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Dear Editor,

Thank-you for considering our paper and providing us an opportunity to submit a revision. We
found the feedback of the reviewers instructive. We have worked through all of the comments from
both reviewers, and made changes as detailed below and in the ‘tracked changes’ document. All
comments have been addressed comprehensively. Our word count has increased marginally and we
hope that this is acceptable. We are also pleased to inform you that the review underpinning this
paper has been instrumental in developing and attaining a NIHR grant to further investigate the area
of the role of communication in epilepsy risk transaction.

We hope that this now satisfies the requirements for publication, and welcome any further feedback
as you feel might be appropriate.

Yours Sincerely,

Dr. Cordet Smart
Dr. Craig Newman
Miss. Georgia Page

Dr. Rohit Shankar

Please find attached a copy of the reviewers comments and our responses.



Response to Reviewers

Reviewer 1

The aim of this study was well written and clearly expressed. The introduction helps to explain the
importance of this topic. The methodology seems appropriate and limitations were explained. The
conclusions are appropriate based on the results and are not overstated or generalized.

One area that | would like to have seen discussed/explored further is the ability of the clinician to
generalize the findings with respect to age, gender or cultural differences for example.

Response: We have re-visited the papers to ensure that we have accurately represented where age,
gender and cultural differences have been captured. Currently this has not been explored, and so we
comment on the limitations of this in the results section (results 1).

There was limited consideration of how gender, ethnicity or age might affect communication. Five
papers commented that men were generally considered at higher risk but none discussed this in
relation to how communication might be adapted. One paper considered age, gender, duration of
epilepsy, level of education and employment as variables that might affect preference for
discussions, finding none of these significant predictors.

We have also mentioned this as a limitation in the discussion section:

The evidence for guidance extracted here was limited. Studies have not considered directly how
communication works, and most research focuses specifically on communication about SUDEP,
rather than other epilepsy risks, such as: such as self-injury, problems with driving, overdose of
medication, under-dosing of medication, drug interactions, ongoing seizures, status epilepticus, nor
other risks associated with the clinical management of epilepsy. A greater amount of research
around communication is required that covers these areas.

Methods and samples were heterogeneous. This heterogeneity captured the views of multiple
stakeholders, including neurologists, non-specialist doctors, specialist nurses, PWE, their families,
and bereaved families. However, the lack of homogenous studies meant that a meta-analysis or
synthesis was not viable, thus reducing analytic power. There was unequal distribution (four studies
examined PWE: six studies, clinicians; representing a total of 6,641:1638 participants). There was
also no consideration of how PWE’s nor clinician’s individual differences, such as gender, ethnicity,
learning disability, age or other demographics, beyond experience of epilepsy, may affect
communication, which future research may address.

In addition, the authors mention how similar conversations occur in other areas of medicine such as
oncology. | think this could have been further elaborated and | would like to learn how their findings
compared.

Response: We have elaborated as follows.



Firstly, we have referred to some of the developments in other fields within the introduction, page
1.

This paper collates guidance from the literature around how clinicians might best hold conversations
about epilepsy risks, without undermining clinician skills of undertaking these conversations.
Difficult conversations especially around risk of death are complex and can be misconstrued. There
is ongoing debate around risk discussion rationale (1, 2), however, recent research illustrates how
better risk communication can change outcomes (3, 4). The focus of this paper is the
communications themselves. Greater understanding of communication has significantly affected
patient engagement with care, for example, discussing lifestyle risk assessments with GPs (5) and in
facilitating delicate end of life conversations in oncology settings (6). A similar approach would be
beneficial in the world of Epilepsy.

We have also elaborated in the discussion (p.33):

Lessons might be learnt from areas such as oncology where discussion of person-centred risk and
mortality is common practice. Pino and colleagues (1) discuss the importance of learning from the
observation of how experienced clinicians interact in order to enhance communication, for example
including ‘elaboration solicitations’ in interactions in order to encourage PWE to discuss their end of
life concerns, in a way that does not increase anxiety. Observation of experienced epilpetologists to
better understand how they work, in order to offer guidance for other professionals would be
similarly advantageous.

Overall, this study on an important topic was well written and thought out.

Reviewer 2

| found the title both challenging and questionable, in that the implication is that people from
without the profession are instructing those within the profession how to practice medicine. This is
always a dangerous position. No one would argue with the statement "...discussion of lifestyle
behaviours, such as medicine adherence, alcohol and recreational substance intake..." is something
that should be addressed with patients but | find it very difficult to consider that any medical
practitioner would not do so and for a paper to preach this to clinicians is somewhat demeaning. To
jump from that statement to the fact that such awareness would reduce the morbidity and mortality
of SUDEP (Sudden Unexpected Death in Epilepsy) is a major leap that | have difficulty accepting,
particularly when there is little evidence that awareness of the risk factors of SUDEP, other than drug
adherence and lifestyle requirements that apply to all people with epilepsy, are modifiable.

Response:
We have framed the review with a locating paragraph:

This paper collates guidance from the literature around how clinicians might best hold conversations
about epilepsy risks, without undermining clinician skills of undertaking these conversations.
Difficult conversations especially around risk of death are complex and can be misconstrued. There
is ongoing debate around risk discussion rationale (1, 2), however, recent research illustrates how



better risk communication can change outcomes (3, 4). The focus of this paper is the
communications themselves. Greater understanding of communication has significantly affected
patient engagement with care, for example, discussing lifestyle risk assessments with GPs (5) and in
facilitating delicate end of life conversations in oncology settings (6). A similar approach would be
beneficial in the world of Epilepsy.

’

The authors refer to limitations of general practitioner's knowledge and attitudes but it is clear that
GPs will change a consultant’s treatment without requiring any referral back to that consultant.
Discussions with patients will not alter that, nor has it done so over the last 30 years of investigating
this issue. The authors imply that lack of knowledge is restricted to issues such as SUDEP but there is
a far broader problem with the management of epilepsy by GPs and those without special interest
therein.

Response: We have edited to ensure that it is clear that SUDEP is one risk factor. We have edited
our discussions of GPs to reflect the link with difficult conversations (p. 2), as follows:

Lack of knowledge can be a concern for clinicians, too. General Practitioners (GPs) are often the
person that PWE prefer for monitoring Epilepsy, but GPs can feel lacking in confidence to do so (22).
Further, PWE perceive this ‘lack of confidence’ from GPs to avoid discussing the risk and social
aspects of the condition, including work, driving and financial effects (22). Within the paediatric
population, one study found that 75.4% of paediatric care providers were unaware that children
with epilepsy were at a risk of SUDEP (23). Clinicians without a specialist interest in epilepsy
particularly struggle with conversations about SUDEP and epilepsy risks and may benefit from
further information (25).

The authors themselves acknowledge that there is "... No validated obvious tool or technique to help
classify epilepsy risk definitely into 'high' or ‘low'..." and they suggest that those with 'low risk' also
die and therefore clinicians should not make "... false assurances...”.

The authors also acknowledge that "... Epilepsy death in newly diagnosed PWE is very low
(1:10,000)...". They also then identified a significant increase with refractory epilepsy, up to 1 in 300.
The authors go on to paint a very paternalistic picture of medicine as a whole but epilepsy
management in particular.

Response: We have added in the discussion section that the area is complex, and there is no
intention to represent medicine as paternalistic, instead this is a reflection of the themes identified
within the literature, and we would hope that further research is needed to map the picture more
clearly. (P.37):-

Risk discussions with PWE are a complex issue and clinicians will need to make their own
best judgement about engaging in them. A research focus on communication in epilepsy contexts
may reveal better communication methods, facilitating future collaboration and engagement with
people in managing their epilepsy.



The authors discuss SUDEP using such terms as a "... need to be able to make informed decisions..."
without considering the pathophysiology of SUDEP or the fact that there is no remediable cause that
would prevent SUDEP, other than proper patient care. The authors do not define what informed
decisions should or could be made to basically prevent SUDEP, especially in newly diagnosed
patients who have an 0.01% prevalence thereof. They state that the clinician "... should not have the
right to remove this choice..." without stating what that choice is, how the chance to make that
choice has been removed or anything else that relates to a remediable cause for SUDEP.

Response: We have clarified how the sited authors consider informed decisions and question the
right of clinicians to remove it (p.4):

It was observed that there is considerable debate, including, suggesting that a more
compassionate and value based approach to care would recognise that PWE and their families need
to be able to make informed decisions, which they cannot do without adequate information, and the
clinician should not have the right to remove this choice (34). They clarify this, stating that PWE
might develop better self-management strategies (e.g. not using soft pillows, sleep or medication
manage), improving people’s perception of control over their lives and possibly reducing risks
directly (34).

-2-

The paper ignores the readily available information that any patient can access within the electronic
media with various search engines, such as Google or Wikipedia, and the absolute need to honestly
discuss things with patients based on their questions and their seeking of information.

Response: We have added a paragraph commenting on this (p.3/4, continuing from the prior):

It is also observed that access to online material can raise anxiety in an unmanaged way and people
have less confidence in this material (34, 35). Both of these studies conclude that from a patient
perspective, clinician supported conversations are important.

Even the inclusion/exclusion criteria appeared patronising and somewhat paternalistic and excluded
any papers that dealt with epilepsy under the age of 18 years and only considered papers written in
English. Further, the terminology used under Inclusions was very arbitrary.

Response: The search strategy was developed in conjunction with senior clinicians and information
specialists. We have added this comment to the method section. We have clarified the rationale for
focusing on those over 18 years and on papers written in English. (Pages 5). We stated:

‘These criteria and the search strategy were developed in conjunction with senior clinicians and
information specialists.’

It was difficult to appreciate the actual evaluation techniques used and | am prepared to
acknowledge that that failing is, more likely than not, my own in adequacy rather than that of the
authors or the method adopted. | could not avoid the impression that what was being used was
pseudo science to drum home a point that was questionable.



Response: We have interpreted this as relating to the quality assessment of the papers, and as such
have added a reference for this form of rigorous systematic approach (page 5).

Figure 2, "Participants in Studies" was impossible to understand and if | read it correctly, the
suggestion is that one study had only 6 people with epilepsy in the study and yet that was deemed a
suitable population. Another had 1 non-specialist clinician and one had a bereaved family. |am
sure that this is an inappropriate interpretation of the Table. This is particularly so when one sees
that studies have had between 50 and 200 participants and so Figure 2 is uninterpretable. There
was a very detailed Table after that but | could not follow it clearly.

Response: Figure 2 title and axis labels have been edited (page 13).

It is interesting that the authors provided the statement, "... other studies have ... insight into the
experience of PWE in these discussions, suggesting that people feel anxious in the short-term but
then reassured...". This particular sentence is not referenced, although the next sentence is, stating
that people become more compliant with their medications after such discussion. This suggests that
it is appropriate to discuss where people are non-compliant in the first place and that the authors
totally reject input from people who actually deal at the coalface with epileptic patients, placing
their own views ahead of those of clinicians in the field and yet they use such terms as paternalistic
for most clinicians without acknowledging their own paternalistic approach telling people what to do
and how to do it.

Response: Hopefully our position is now more clearly stated in the introductory paragraph. We
certainly do not ourselves mean to be paternalistic, but would seek out a collaboration with patients
and clinicians, question how and to question to what extent this might be achieved, however illusive
it might be.

We have clarified the referencing, and tried to represent the literature more accurately. (p.29).

However, focusing on the experiences of PWE of risk discussions, found that people feel anxious in
the short term but then reassured along with an association with subsequent increase in medication
use (35). Other studies report that over 90% of PWE wanted to be informed of most if not all
information through communication with their clinician (49 (Norway); 52 (Australia)). Of the 12
papers considering whether a conversation is valid, Ten supported the position that conversations
should be held while two provided more balanced positions, acknowledging that the clinician is best
placed to make the ultimate decision, but providing guidance should they feel it clinically
appropriate.

They make the further point, "... over 90% of PWE wanted to be informed of most if not all
information...". If that were to be true then these people would access the search engines already
identified and would do their own research, as happens with so many patients in the current

patient-concentric approach to the delivery of healthcare.

Response: This finding is based on that reported in the literature — we have added in the discussion
section the question that we do not know how these findings reflect people’s use of social media, and
in the introduction. (P.29)

Other studies report that over 90% of PWE wanted to be informed of most if not all information
through communication with their clinician (49 (Norway); 52 (Australia)).



On page 29 of the paper, the authors wrote, "... three postulated that the timing of discussion should
be individually evaluated...". They do not comment on these nor discuss what this means but this is
just routine patient care and is, more likely than not, the way things are done now. This does not
mean that the risk of death is discussed at the first, the second or third consultation, unless it has a
potential role in the management of the epilepsy. Where the causes of a condition, such as SUDEP,
cannot be modified, other than to enhance adherence to treatment and lifestyle changes that have
already been prescribed, it is inappropriate to add additional layers of burden to patients.

Response: Here we have reported directly what other authors have concluded in their findings. We
have made every effort to ensure that all variations are included that we identified in the extant
literature, and so present both approaches. We clarify that the literature did not always determine
what factors should be considered at individual evaluation, and include this in the discussion section.
We have also reminded the reader throughout that ultimately decisions are about individual clinical
judgement, and at the beginning of the second part of the results sections have clarified that the
details of how these judgements are made are not elaborated.

It is interesting that the authors state, "...one paper discussed the patient's right ‘not to know’..."
quoting Morton et al, 2006. Clearly this is not an isolated paper and not the only one that has taken
this approach and hence the authors are showing their own individual bias and lack of transparency
in providing this report. To equate discussing SUDEP with a patient to discussing problems of
oncology with a patient is both inappropriate and misleading. The only similarity is that both are
medical conditions.

Response: We have tried to clarify in the introduction, at the beginning of the second part of the
results section, and within the discussion section that it was not our intention to review every paper
that has assessed the debate as to whether to inform patients, but instead we had hoped to extract
guidance for how to hold conversations that might help to improve clinical conversation. Within our
sample, this was the only paper raising this issue, which is significant in that within this literature we
would like to maintain the ethical position of informing balanced clinical judgement and decision
making. We elaborate on this within the discussion.

We have also clarified the relationship that we are drawing with research in oncology
communication within the discussion, and hope that this also clarifies for the reviewer that it is our
contention that considerable learning can and should be gained from observing current best practice
by experts, in order to facilitate the training of those less confident and knowledgeable (p.33):

Lessons might be learnt from areas such as oncology where discussion of person-centred risk and
mortality is common practice. Pino and colleagues (1) discuss the importance of learning from the
observation of how experienced clinicians interact in order to enhance communication, for example
including ‘elaboration solicitations’ in interactions in order to encourage PWE to discuss their end of
life concerns, in a way that does not increase anxiety. Observation of experienced epilpetologists to



better understand how they work, in order to offer guidance for other professionals would be
similarly advantageous.

The other thing that comes through loudly within the Discussion section is that those studies chosen
for review appear to have been biased in favour of that which the authors are trying to achieve and
that of itself is somewhat misleading. Again the authors go onto highlight Morton’s fairly sensible
comment that patients and their families have a right "not to know" but at no stage does any of this
suggest that clinicians would not discuss and advise on the necessity to follow medical advice, to
take medications as prescribed, to avoid dangerous situations and to avoid excess alcohol and
substance abuse. This has absolutely nothing to do with the discussion of SUDEP but rather
appropriate patient care, which most clinicians follow anyway but these authors seem to suggest
that clinicians do not understand their role within patient care. It is not without poignancy that two
of the solutions start with the words, "... Part of moving toward a more psychological approach...",
which encapsulates the true purpose and meaning behind this paper in which the first author comes
from the school of psychology and appears to be pushing a personal viewpoint using questionable
data to achieve the results to do so.

Response: Again, there is no intention here to challenge any of the positions offered by the
reviewer, simply that we would like to provide support around how to deliver information, which
clinicians can access as they see fit and struggle around communications. The first author is both a
trained nurse and a psychologist, and the team are made up of medically trained professionals and
clinical psychologists. The aim is not in any way to undermine clinicians, but to offer support in what
can be for some, difficult conversations. We have edited the discussion section to reflect this, again,
clarifying that our aim is to uncover and inspire interest into better understanding communication,
rather than dictating how clinicians should make clinical judgements. We have added to the
beginning of the discussion the following (page 32):

This paper was designed to extract guidance from the literature around how to communicate risk
with PWE, offering additional information for clinicians to draw on in Epilepsy management. How
this is appropriately applied will be determined by the clinical judgement of practitioners. However,
the complexity of language and interaction deserves careful consideration to enable collaborative
care with PWE.

The authors split hairs between words such as "disclosure" or "risk discussions" or
"communications". They further suggest that the word, "disclosures" implies "... delivery of
privileged information...". They have adopted such an attitude of negativity towards those doctors
who actually treat patients as typified by the next sentence, "... This might carry with it an implicit
sense of protectiveness, out of line with patient involved approach...".

Response: We did not mean in any way for this to be read as an attack against doctors using it, but
as a reflective point. Rather than pursue this point, given the limited words, we have removed the
paragraph.

The last paragraph, commencing with the word, "Finally" acknowledges the vast array of resources
available to patients if they do want to seek information. The implication is that those patients will
go to the doctor without asking any questions and thus it is the doctor's role to answer questions
that have not been asked! Clearly those who have addressed information within search engines will



then address issues of concern with their treating doctor. One cannot avoid the impression from
this paper that it is a patronising approach by those from without clinical medicine to tell doctors
how they should practice medicine.

Response: This paragraph has been edited to clarify and now reads:

Finally, in terms of communication ethics, the broader social media context should be considered.
Whether or not clinicians feel comfortable holding conversations, information is available from other
sources such as the media and the internet. The quality of this information is variable, and
frequently not designed to support the management of anxiety. PWE can experience this in
uncontained ways (3; 35). They may or may not then raise these discussions with clinicians, and we
propose that further research may be conducted to examine the effects of internet information and
how this influences PWE. A cautious approach may be preferable, enabling PWE to receive accurate
information from a supportive clinician who can refer to relevant support services if required.

The level of patronising attitude is provided in the sentence, "... Most guidelines and postulated
consequences were based on neurologist opinions...", thereby suggesting that neurologist’s opinions
should be discounted or even possibly ignored.

Response: We apologise and have tried to reframe the paragraph as follows. It is our intention to
understand how to develop best practice, and this may include through direct observation of and
learning from experts in interaction — that is why we have emphasised that this is about opinion.
Expert practice is often not accurately described as experienced people are successful but
sometimes don’t realise why they are more effective than others, and so attitude surveys might not
be enough to extract this information. We have tried to make this clearer and hope that the writing
does justice now to this (page 33):

Methods also varied. Views elicited from PWE were mainly from interviews (3) and one survey.
Clinicians were included in four surveys, one interview and one focus group design, so overall with
less opportunity for elaboration by clinicians. These surveys were also used to identify predictors of
whether conversations were held. Three studies compared groups to test directly for causative
relationships. These focused on the use of predesigned checklists (4) and showed evidence of
significant improvement in awareness of risk and reduction of risk factors where communication
about risk used this structured method. Thus, most guidelines and postulated consequences were
based on neurologist perspectives, rather than those of PWE and families, such as that conversations
appear to mediate AED adherence, despite there currently being limited evidence for this (47). There
was less opportunity for clinicians to elaborate their responses given the survey methods, though
this enabled larger participant numbers. Direct observation of skilled clinicians was also missing,
hence people actually engage in risk discussions is not yet well understood.

The authors have provided an overview of their strengths and limitations but not one strength was
identified under that rubric and the limitations did not go far enough.

Response: We have edited as follows (page 33-34):
Evidence base critique:-

The evidence for guidance extracted here was limited. Studies have not considered directly how
communication works, and most research focuses specifically on communication about SUDEP,
rather than other epilepsy risks, such as: such as self-injury, problems with driving, overdose of



medication, under-dosing of medication, drug interactions, ongoing seizures, status epilepticus, nor
other risks associated with the clinical management of epilepsy. A greater amount of research
around communication is required that covers these areas.

Methods and samples were heterogeneous. This heterogeneity captured the views of multiple
stakeholders, including neurologists, non-specialist doctors, specialist nurses, PWE, their families,
and bereaved families. However, the lack of homogenous studies meant that a meta-analysis or
synthesis was not viable, thus reducing analytic power. There was unequal distribution (four studies
examined PWE: six studies, clinicians; representing a total of 6,641:1638 participants). There was
also no consideration of how PWE’s nor clinician’s individual differences, such as gender, ethnicity,
learning disability, age or other demographics, beyond experience of epilepsy, may affect
communication, which future research may address.

Methods also varied. Views elicited from PWE were mainly from interviews (3) and one survey.
Clinicians were included in four surveys, one interview and one focus group design, so overall with
less opportunity for elaboration by clinicians. These surveys were also used to identify predictors of
whether conversations were held. Three studies compared groups to test directly for causative
relationships. These focused on the use of predesigned checklists (4) and showed evidence of
significant improvement in awareness of risk and reduction of risk factors where communication
about risk used this structured method. Thus, most guidelines and postulated consequences were
based on neurologist perspectives, rather than those of PWE and families, such as that conversations
appear to mediate AED adherence, despite there currently being limited evidence for this (47). There
was less opportunity for clinicians to elaborate their responses given the survey methods, though
this enabled larger participant numbers. Direct observation of skilled clinicians was also missing,
hence people actually engage in risk discussions is not yet well understood.

Seven quantitate surveys were conducted, with Three studies including more than 50 participants
and Two more than 200. This seems to offer reasonable confidence in generalisation of findings.
These were conducted mostly in the UK (6) and one in Norway, potentially not capturing
international variation. All studies, apart from the two group comparison studies, drew on
retrospective reports from clinicians and PWE rather than examining how the communications
actually took place. Group comparison studies can raise ethical issues, as trials cannot be run where
communication is withheld. Alternatively, future research might focus more directly on clinical
conversations, following the substantial rise in the use of Conversation Analysis to explore how
communication works in practice (54). Analysing clinical conversations might enable the
identification of best practice for clinicians in engaging people with risk discussions, and provide a
helpful method for training clinicians (55). Experienced clinicians seem better able to discuss risk
(42; 48), but it is not yet known how they do this, which could be identified and then trained more
widely.

Strengths and Limitations of the review

This review was limited by the low number of published papers available that comment on how
clinical communication about risk might be achieved (only 17, with no limiters, all published
between 2001 and 2018). None of these papers directly addressed the question of how to have
clinical conversations about risk. Six papers focused on the frequency of SUDEP conversations, four
on evaluating clinical practices, three on SUDEP awareness, two on use of the safety checklist and
one on mortality rates, and one more generally on discussion content. All guidance was extracted



from brief mentions of recommendations in the discussion section, not direct empirical data. We
argue this is a gap that future research should address.

There were limited inductive studies that might identify new insights for practice. Of those
qualitative inductive studies, there was diversity in how themes were extracted, some being driven
by the questions asked, again limiting the inductive nature of the research.

Risk discussions with PWE are a complex issue and clinicians will need to make their own best
judgement about engaging in them. A research focus on communication in epilepsy contexts may
reveal better communication methods, facilitating future collaboration and engagement with people
in managing their epilepsy.

The authors have been absolutely presumptive with the second paragraph of the Conclusions, which
stated, “...this paper summarised the current guidance from the literature as a step towards
addressing the gap of what to discuss...". This implies that there is a gap and | do not think the
paper has actually confirmed such, nor what it is or how it has evolved and so it is testimony to the

bias that has underlined the preparation of this paper.

Response: We agree that the phrasing is inadequate and have tried to improve it. What we have
found is limited discussion around how to hold risk conversations with PWE:

There is frequent reference to the limited guidelines provided by NICE or the AAN, about
how, when and whom to discuss SUDEP and epilepsy risk with. This paper revealed the limited
research available around how conversations with PWE about risk might best be held. It is the first
paper to summarise the available guidance, taking a step towards better understanding how
conversations about risk with PWE might be held, which has not yet been directly addressed. The
guidelines arising here should be used with discretion, as less than optimal empirical evidence is
available. Situations should be considered individually, but in general, conversations about risk
should be held early on. Future research should better integrate the perspectives of clinicians and
PWE, to understand how anxiety on both parts can be overcome. Research should focus directly on
clinical practice, to gain direct insight into how experts manage difficult conversations, in order to
support and inform other clinicians. Focal areas could include: what it is helpful to and say when
conversations are held about risk, how these conversations are received, and where they are best
located in a treatment pathway. Research should explore how different service contexts are
relevant to the delivery of risk discussions. This will enable clearer and more focused guidance,
embedded directly in the experiences of PWE and clinicians, and within the realities of clinical
practice.

This is further emphasised in the next sentence, which read, "... The guidelines arising from the
paper should be used with discretion, as less than optimal empiric evidence is available...". The
authors acknowledge the limitations yet give unequivocal advice to clinicians about how to practice



medicine and how to talk to their patients, something that seems quite presumptive and, as the
authors have said themselves, this is based on "... less than optimal empirical evidence...".

Response: Edited as above.

While the paper addresses "risks", its true focus is only on SUDEP and ignores many of the other
risks, such as self injury, problems with driving, risks associated with overdose of medication, risks
associated with underdosing of medication, risks of drug interactions, risks of ongoing seizures, risks
of status epilepticus and a host of other risks associated with the clinical management of epilepsy
and patients who have it. The paper seems founded on biased thoughts and evaluations and is
critical of something of which the authors appear to have little insight or acumen. It follows that the
title of the paper is inappropriate and it is not ‘risks’ per se that are being dealt with but rather
discussion of SUDEP. | am a strong believer in defending anybody’s right to express their views, as
long as they are well substantiated and | do believe the authors in this case have made a valiant
attempt to examine the pre-held opinions and ideas while they have failed to address their inherent
bias within the body of the text. | do not believe that this should preclude publication because | do
believe that what the authors have done contributes to the debate and it is a debate that should be
had and should continue. Having said that, to publish this paper without an editorial giving some of
the points raised above would be lending credence to something for which credence is still awaiting
proof. With that in mind, | would only accept this paper if it were accompanied by an editorial which
brings balance back to something that | believe is quite unbalanced and has used questionable
scientific approach to argue preconceived ideas.

Response: We thank the reviewer for their comments and have attempted to address these in a
methodical manner, hoping that this satisfies a high level of rigour in our approach. We have
developed our sections on the limitations of the available literature to include that there is
inadequate coverage around how to best discuss the range of risks relevant to Epilepsy. (p.36/37)

The evidence for guidance extracted here was limited. Studies have not considered directly
how communication works, and most research focuses specifically on communication about SUDEP,
rather The evidence for guidance extracted here was limited. Studies have not considered directly
how communication works, and most research focuses specifically on communication about SUDEP,
rather than other epilepsy risks, such as: such as self-injury, problems with driving, overdose of
medication, under-dosing of medication, drug interactions, ongoing seizures, status epilepticus, nor
other risks associated with the clinical management of epilepsy. A greater amount of research
around communication is required that covers these areas.



Running head: EPILEPSY RISK COMMUNICATION 1

Keep Safe: The when, why and how of epilepsy risk communication

Introduction

This paper collates guidance from the literature around how clinicians might best hold conversations

about epilepsy risks, without -undermining clinician skills of undertaking these conversations.

Difficult conversations especially around risk of death are complex and can be misconstrued. —There

is ongoing debate around risk discussion rationale (1, 2), however, rRecent research illustrates how

better risk communication can change outcomes (3, 4). The focus of this paper hereis the

communications directly. Greater understanding of communication has significantly affected patient

engagement with care. for example.f discussing lifestyle risk assessments with GPs —(5) and in

facilitating delicate end of life conversations in oncology settings (6). A asimilar approach would be

beneficial in the world of Epilepsy.

The rationale for discussing epilepsy riskWhy-is-discussineepilepsy-risk-important?

People with epilepsy (PWE) and their families are concerned that they do not receive enough

information about risks related to epilepsy, nor how to manage these (7Krener, Wright, Eriedman;
Macher;Preiss; Misajonetal52044). In 2002, 42% of epilepsy related deaths were identified to be
potentially avoidable had PWE and/or their families been more aware of the risks of morbidity and
mortality (8)Hanna;Black-Sander;Smithsen-Appleton; Brown-et-al52002). Annual epilepsy deaths
match those for asthma though the prevalence of asthma is ten times that of epilepsy (National
statistiesONS;20439). It appears that the incidence of epilepsy deaths is increasing, indicating the
need for preventative interventions (10)Publie Health-England, 2048). Discussion of lifestyle
behaviours, such as medicine adherence, alcohol and recreational substance intake and how to

monitor seizures particularly at night and awareness of outcomes such as Sudden Unexpected Death

in Epilepsy (SUDEP) might reduce morbidity and mortality from epilepsy (11, 12Brewn;Shankar;
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clinical recommendation that epilepsy risks and SUDEP are discussed with PWE (13, 14, 15

16)NICE;2004 201 2:-SIGN-2015-AAN2047). Yet PWE and their families are continuing to report

poverty of and inconsistent information about risk (17Krener-et-al;2014).

Another rationale for risk conversations is family sequelae following deaths. Families and

PWESs? believe that all those related to or working with a PWE -stakeholdersinveolvedina PWE

should be informed (Stevensen-&-Stanton;204418). More than half of bereaved relatives of SUDEP
highlighted lack of awareness that epilepsy could be fatal prior to their relative’s death (19BeHen;

Paneli-&Rillotta; 20145). This can lead to feelings of guilt about not having done enough to help.

Barriers and challenges to risk communication

Despite clear justification and recommendation for discussing risks and risk factors, PWE and

their families often remain poorly informed (20Harden;Fonberg,-Chin; Mebelan; Punean; 2044). A

study of a sample of Australian family and friends bereaved by epilepsy death, illustrated that the
majority (53%) had believed that death from a seizure is not possible (19BeHen-et-al2045). Thirteen
(of 101) participants believed seizure deaths could only be related to seizure accidents, not the seizure

itself.

Even when PWE were informed about SUDEP, they can remain unsure of what this means

(21Fenberg, Harden, Melbellan-Chin; Dunean; 2045). Thus, some of the issues might relate to iow

information is communicated, not just whether it is.

LFhistack of knowledge can be a concern for clinicians, too.is-alse-present-for-elinicians;

General Practitioners (GPs) are often the person that PWE prefer for monitoring Epilepsy, but GPs

can feel lacking in confidence to do so (22)Ridsdale- Massey-&Clark(2007). Primary-eare

perceive this ‘lack of confidence’ from asleadine GPs to avoid discussing the risk and social aspects
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of the condition, including work. driving and financial effects (22Ridsdale- Massey-&-Clark2007).

neurologists-or-other-speeialists(Ridsdale; Massey-&-Clark;2007)—Within the paediatric population,

one study found that 75.4% of paediatric care providers were unaware that children with epilepsy

were at a risk of SUDEP (23Berl-Geodkin, Kroner, BumbutLapham;-Gaillard; 204+7). Clinicians
without a specialist interest in epilepsy particularly struggle with conversations about SUDEP and
epilepsy risks and may benefit from further information (25MillerYoungFEriedman, Buelow;
Pevinshyo 2044).

This difference between specialist and non-specialist information giving might relate to
assumptions that discussion of SUDEP and epilepsy risk should be with only those at ‘higher risk’,
and specialists are more likely to see this group. Though there are factors indicative of cumulative
risk (255hankaWateer-Meleon-baveharpe-Ferrand—Honna-ctab-2016) there is as yet no
validated approach to ebvieus-teel-ertechnique-to-help classify epilepsy risk definitely=-into ‘high’ or
‘low’. Also, people considered as ‘low risk’ die, and so care needs to be taken not to make false

assurances (26Pannehi;2041). The preference for only discussing risk with tendeney-to-hold-risk

conversations-onty-with ‘high risk’ groups also occurs in specialist services. Another confounder is
that epilepsy is a chronic condition which waxes and vanes with life event and age. Thus, risk rarely
remains static and can fluctuate over time (4)Shankar, Henley; Boland;, Laugharne; Melean, Newman

The incidence of epilepsy death in newly diagnosed PWE is very low (1:10,000). However, if
epilepsy is chronic, as in 30--40%, the risks can increase to significantly high levels such as those with
pharmaco-resistant epilepsy that are failed by epilepsy surgery (1:300) (27Shankar, Donner; Melean;
Nashef,Fomsen;20147). The lack of a continued dialogue or even a single discussion might reflect a

paternalistic view of SUDEP and general risk communication (28Eeng-Cettenman-Hart-Shelby;

2018), that is, that PWE and their families need protecting from knowledge of SUDEP. As of now,

SUDERP is only frequently discussed in relationship to increasing adherence to medication only
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(29Radhakrishnan, Ramanujam;-Srivastava; Dash,Fripathi; 2048), rather than routinely considered.

However, SUDEP is only one issue-tisk, and evaluation of other factors that might be discussed does

not seem widely available:.

Ethics of risk communication

Clinicians may fear distressing PWE or making them uncomfortable in discussing risk
(30Keddie; Angus-Leppan; Parker, Toeseu; Nash- Adewunmi-et-al;2015). This may relate to an
ethical concern to “do no harm” (31,Renen;2017; 32)-Hamid & Nass;20+0). This includes the
possibility that clinicians might be giving information that is less relevant to that person where they
are perceived as “low risk” (Hamid et al., 2010), to prevent creating unnecessary anxiety (3 1Renen;
2047). Indeed, Beran (33an2645) noted that the psychological sequelae of risk communications to
PWE remain unknown. It was observed that there is considerable debate, including, suggesting that
a more compassionate and value based approach to care would recognise that PWE and their families
need to be able to make informed decisions, which they cannot do without adequate information, and
the clinician should not have the right to remove this choice (34Denner-& Buchhalter; 2014)._Donner

& Buchhalter 2014) They clarify this, stating is+s-furtheried-ythisthat PWE might develop better

self-management strategies (e.g. not using soft pillows, sleep or medication manage), improving

people’s perception of control over their lives fand possibly reducing risks directly) (34Denner-&

Buchhalter 2014). [t-Thevy is also ebservethatobserved that access to online material can raise anxiety

in an unmanaged way and people have less confidence in this material -—as-do-(34, 35Donner-&

Buchhalter 2014-(). Both of these studies authoerconclude that from a patient perspective, clinician

supported conversations are important.

Lack of guidelines to provide person centred communication of risk

The main barrier seems to be a lack of guidelines about how to communicate (36)Shankar;

Newman, HannaAshton;JoryyMelbean-et-al52045). Guidelines might inform clinicians better on

how discussions should take place or what should be covered (4Shankar-et-al5-2048). Currently,
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varied aspects of good practice guidance seem spread across different papers possibly leading to key
features being missed. These include recommendations that risk conversations should be tailored to
individuals, focusing on modifiable risk factors (27Shankar-et-al;26147); and the importance of
considering repeating conversations at least yearly (3¥eung-Shankar, Henley, Rose;Cheatle-Sander;
2018, 36Shankar-et-al52048). Other guidance include the need to consider an individual’s readiness
to learn, preferred learning styles and expectations, and the range of information sources available

(ﬂ&

Objective/Aim:

The current review aimed to extract from the literature available evidence-based
recommendations of how clinical conversations about risk and risk factors should occur with PWE,

and identify what areas are still under researched.

Method

An open-ended search of four databases was conducted in November 2018; Ovid Medline,
Ovid Embase, PUBMED, and CINAHL, using the search string: ‘epilepsy death or epilepsy mortality
or SUDEP AND patient or individual or disclosure or discuss or inform or communicat* or advice or
risk. Where subject headings were available these were searched for ‘Sudden Death’ and ‘Epilepsy’
AND °‘Information processing’ and ‘information dissemination’. Reference list checks were
conducted. The PRISMA scoping review checklist was used as a guiding template (Supplementary

information). The review protocol is detailed here.

Two researchers screened the papers independently for the pre- designed inclusion and
exclusion criteria. A sample of these and all disagreements were discussed with a third researcher.

Inclusion and exclusion criteria are detailed in table 1. These criteria and the search strategy were

developed in conjunction with senior clinicians and information specialists.

Table 1:
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Inclusion and exclusion criteria

Inclusion Exclusion

Empirical studies Reviews and opinion pieces

Peer reviewed studies Papers focused only on identifying risk
factors in Epilepsy

Written in English or having an English Focuses on PWE under the age of 18 as

translation due to limited translation funds communication with children may need
different sensitivities

Any research method No mention of SUDEP or epilepsy risks
Evaluations of frequency of conversations Doesn’t explicitly discuss how to
and communications communicate risks

Papers including content of how clinicians ~ Where there were no recommendations
discuss risk with PWE given for practice

Papers including recommendations about
how to talk about risk in epilepsy

Method of quality assessment

Eollewing BoothSutton-and Papaieanneu(2016). PPpapers were subjected to quality

assessment; using either Critical Appraisal Skills Programme (38CASP,-2648) or Appraisal tool for

Cross-Sectional Studies (39, 40, 41)A

Sutton-and-Papaieanneu—2016);). The CASP Critical Appraisal toels-were-developed-as-a-guidefor

cvaluating-rescarch-based-on-featurcs-such-as-clarity-of-aims-and-content-and-wastools were developed

as a guide for evaluating research based on features such as clarity of aims and content and were used

for gQualitative and gQuantitative studies. The AXIS was developed to explore medical cross-
sectional studies based on features relevant to these study designs. The CASP and AXIS critical

appraisal tools do not provide an overall score and ratings are subjective; therefore, ratings were given
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independently by 2 researchers, and discussed in a moderation group with a third. Both tools are

designed to give an indication of the credibility of the evidence and potential gaps.
Data extraction method

Data was extracted into a summary table (Results, Table 5). Key questions were applied to
each paper, summarising: main points made about communication and risk; identified helpful and
difficult factors; gaps identified by paper; guidance recommended. Key phrases offering

communication guidance were extracted and grouped.

Results
Description of the papers

There were 376 results, 274 after removal of duplicates. 36 articles remained following title
and abstract review and seventeen after application of inclusion/exclusion criteria. Fifteen of these
36 were agreed as suitable by 2 independent reviewers; a further five were disputed and arbitrated by

a third reviewer, resulting in 3 further rejections, leaving 17 papers. See figure 1.
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Of the 17 papers, two used mixed methods, 10 were quantitative and five were qualitative
studies. Research quality was assessed using the CASP and AXIS tools, (tables 2-4). All studies
received either a “good” or a “moderate” rating score. Ratings were derived by assessing potential
problems in studies. Ratings were: 3 or less problems, good; 3-6 problems, moderate; 6< problems,

poor.

Seven were rated as moderate quality. Problems were either due to difficulties matching
controls in experimental designs, or not enough detail in the analysis to replicate qualitative analyses.
These are common concerns in clinical research often related to the research context or journal

restrictions. 10 articles were rated as good quality, all quantitative studies.
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Table 2.

Quality ratings of mixed methods studies using CASP

Author and Date  Quality Score for the purposes of this review

Morton et al Quantitative data. Moderate quality. Analysis not detailed, limited word count. Qualitative data — Moderate
(2006) (42) Quality. Limited information aims unclear. More detail for method of analysis needed.

Vegni et al Quantitative data - Moderate quality. Low response rates, possible sample bias as only those with knowledge
(2011)(43) of SUDEP responded. Clear analysis. Ethics or conflict of interests not discussed. Qualitative - Moderate

quality. Clear analysis, two coders used. Relationship of researchers to data not mentioned.

Table 3:

Quality rating of qualitative studies using CASP

Author and date  Quality Score for the purposes of this review
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Miller et al

(2014).(24)

Ramachandran

Nair et al (2016)

(ERILY

Nisbet et al

(2017).(44)

Ramachandran
Nair and Jack et

al(2016b) (45)

Ross et al

(2015).(46)

Moderate quality- Methods could have more detail to explain thematic and content analysis making it difficult to assess rigour.

Good quality — clearly organised. Clear method. Replicable method. Relationship between the researcher and data not addressed.

Moderate quality- Clearly written. Method clear, including role of the researcher. Recruitment of participants might have been clearer.

Good quality- recruitment, methods and analysis clearly explained. Sample size justified. Replicable. Codes explained including how they were derived

from the interview guide.

Moderate quality- confounding variables possibly not considered e.g. not documenting SUDEP discussion. Follow up time short at only 6 months rather

than a year as other research recommends. Acknowledged by researcher.

Table 4:
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Quality ratings of qualitative papers using AXIS

Author and date Quality Score
Louik et at
(2017)(47) Good quality. Article coherent. Methods clear. Replicable. All 138 enrolled took part in the study. Generalisable.

Friedman et al

(2014) (48)

Henning et al

(2018).(49)

Lewis et al

(2008)(50)

Mohanraj et al

(2006) (51)

Good quality. Uses a p value of <0.02 in the logistic regression. 1200 surveys completed, though 9% response rate, remains substantive. Provides reasons

for non-completions. Methods and analysis clear. Replicable. Sample appeared representative.

Good quality. Has a high participation rate (2090), 56.6 being PWE, the remainder, carers or family members answering for the PWE or themselves.

Participants likely to be representative of PWE. Statistical analysis clear and thorough. Replicable. Findings and discussions comprehensive.

Moderate quality. A representative sample of epilepsy nurses. High response rate, 103 surveys included in final analysis. Methodology and results

difficult to replicate. This could be because of journal word limit.

Good quality. Used newly diagnosed PWE and those with chronic epilepsy over a 20-year period to assess mortality. Methods and analysis clear.

Comparisons defined and statistical analysis clear.
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Shankar et al

(2018) (4) Good quality. Methods clear. Analysis clear. Replicable. Generalizable to the population of PWE.

Shankar et al Good quality. Methods clear. Data collected over a 9-year period so likely to be representative of SUDEP deaths and reflects national records.

(2016) (25) Appropriate use of statistics.
Waddell et al Moderate quality. Measures used to assess SUDEP conversation may not be reliable, as they were dependent on accuracy of patient notes. Time
(2013) (2) constraints and different descriptions of SUDEP conversations e.g. using "serious harm" instead of SUDEP may have led to underestimation of SUDEP

conversations. Results and method are very clear.

Xu et al (2015)

(52) Good quality. Sample seemed representative. Large number 105 taking part. High rate of participation. Appropriate use of statistics.

Young et al

(2018)(3) Good quality. Representative sample of PWE with LD. High response rate (77%). Appropriate population. Statistical analysis clear. Replicable.
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Data range of all papers collected was between 2001 and 2018; and papers were published
between 2006 and 2018. Ten were conducted in the UK, one in Australia, one in the US, two in
Canada and the US, one in Canada, Australia and the UK, one in Norway and one in Italy. Four
studies elicited the views of PWE and their families, and six studies focused on the views of

clinicians, one study focused on bereaved families (see figure 2).

PWE and families/carers
pwe .
Other NN
Families NN
|
]
]
|

Clinician-specialist

Participant Group

Clinician-nonspecialis...
Clinician-neurologist

Bereaved families

o
-
N
w
N
(&)
o
~

Number of studies

Figure 2. Participant groups in different studiesParticipantsin-studies.

There was limited consideration of how gender, ethnicity or age might affect communication. Five 5

papers commented that men were generally considered at higher risk but none discussed this in

relation to how communication might be adapted. One paper considered age, gender, duration of

epilepsy, level of education and employment as variables that might affect preference for discussions,

finding none of these significant predictors.
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There was diversity of methods (figure 3). Four studies compared risk communication
between groups, such as using checklists (n=3), or reported discussions of risk (n=1). Two studies
were case note reviews. Twelve studies included less than 50 participants, two studies included

between 50 and 200 participants, and three studies included over 200 participants.

b

B Case Notes B Semi-Structured Interview ™ Questionnare

® Focus Group B Repeated measures

Figure 2. Methods used in the studies.

Recommendations about how to communicate risk

The papers are summarised in Table fiveS. Papers were identified based on whether they offered

guidance on how to hold conversations about risk with PWE. However, 15 of the 17 papers focused

on- SUDEP, suggesting a large gap in the literature. None of the papers focused directly on how to

communicate about risk. We found limited elaboration around the individual differences that might

affect whether, when or how to hold risk conversations; instead papers just reminded clinicians to
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consider individual differences.

communieaterisk: Extracted Rrecommendations that might guide clinicians in how and whether to

hold risk discussions with PWE were-extracted-and-are summarised in table six6.
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Table 5

Data extraction from all studies.

Title

Aims to:

Data Collected

Participants

Analysis

Key Findings

Recommendations/ implications

Mohanraj et al,

2006

Analyse mortality data for
patients with newly
diagnosed and chronic
epilepsy who were referred
to a single adult service

over a 20-year period

Present the experiences of
neurologists in discussing

SUDEP with PWE.

Related
measures. PWE
were assessed
for mortality
risk on the basis
of response to

treatment.

Questionnaires
to all practicing
neurologists

listed on the

Group 1: 890 newly

diagnosed PWE;

Group 2: 2689 PWE with
chronic epilepsy and poor

seizure control.

Compared with age and

sex matched controls.

387 questionnaires (of 738
sent). Represents 82% of
consultant body.

63 were specialist

Keplan-meier
survival curves
were plotted for
the 2 groups and
controls. Chi-
squared test was
used to compare
observed and

expected deaths.

Chi squared test
and qualitative

analysis.

There were 93 deaths in the newly diagnosed
group compared to 64 in age and sex matched
controls (p=0.0007). All excess mortality
occurred in patients who did not achieve seizure
freedom with treatment. In the chronic group
there was more than double the expected number
of deaths and incidence of SUDEP compared to
newly diagnosed PWE, this being higher for

those under 30 yrs. of age.

4.7% discussed SUDEP with all PWE. Years of
experience, or level or registration
(registrar/neurologist) had no effect. Those with

a special interest in epilepsy were more likely to

Routine discussion of mortality at the time of
diagnosis not necessary, especially if this does not
affect the management of the epilepsy.

Epilepsy risks and mortality should be discussed with
PWE who choose not to use AED's, and those who

haven’t achieved seizure freedom.

The majority of neurologists are not following the
NICE guidelines.

Practice effect may make it easier to discuss SUDEP.
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Examine what, when and
how information about
SUDERP is disseminated to
patients by clinical nurse
specialists in epilepsy

(CNSEs)

British
neurologist’s
database.
Asked about the
circumstances
surrounding
discussions
about SUDEP
and PWE’s

reactions.

Postal
Questionnaires
from ESNA

members.

registrars. Remainder were
from specialist epilepsy

clinics.

146 responses (from 250 Descriptive of

sent). 43 excluded as responses.
respondents were not

CNSE. Time in role ranged

from 8 months to 21 years

18

discuss SUDEP. Those discussing SUDEP
routinely reported less negative reactions from

PWE.

6% discussed SUDEP with all patients. 48%
stated risk discussions were prompted by
discussions of risk factors (e.g. alcohol
consumption. Length of service had no

significant effect.

Most discuss SUDEP over the telephone (42%).

62% reported an increase in medication
adherence following SUDEP discussions, and

subsequent avoidance of risk factors (62%).

NICE give little guidance on how, when and whom to

discuss SUDEP with. Epilepsy.

Risks should be contextualised, e.g. likelihood of
SUDEP compared to getting hit by a car.

NICE guidelines deny the "right not to know".

CNSE do not discuss risk with all patients. SUDEP
discussions need to be addressed carefully, balancing
the negative effects of fear in patients, with the
benefits of raising awareness. Timing of discussion

should be individually determined.
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Vegni et al,

2011

Waddell et al,

2013

Freidman et al,

2014

Explore whether Italian Questionnaire.
Physicians interested in

epilepsy believe that they

should discuss SUDEP

with patients and or their

families or not

Conduct an audit of current 5 yr. case note

practices of discussing analysis.
SUDEP with PWE at a

specialist epilepsy clinic.

Examine SUDEP Online
discussion practices among  questionnaire-
neurologists in the U.S and  based study.

Canada.

Recruited through the
Italian association against
epilepsy (LICE). 195
responses. 49.5% were
male. Mean age 45;

average practice years 21.

All patients who attended a
specialist epilepsy clinic,
and those who had
experienced at least 2
unprovoked seizures were
included, producing 345
case notes. Mean age 41

yrs. 50.7% were male.

117, 558 people invited by
email. Self-selected if
they: were a neurologist
who devoted >5% of their

time to clinical care and

Chi squared test

& content

analysis

Descriptive
statistics and
fishers 2 tailed
test for
comparisons
between risk

factor groups.

A composite
knowledge
score was
determined by

subtracting the

19

28% of believed that SUDEP should be

discussed with most patients. Most believed that

PWE be emotional or have a negative reaction
(73%).

Physicians may decide to give risk information
based on the patients themselves or for non-

clinical reasons such as ethical issues.

SUDERP is not discussed with all patients. Those

with ongoing GTCS and drug resistant seizures

were more likely to be informed. There was a

trend towards discussing SUDEP with those non-

compliant with medication.

82% had incomplete knowledge about SUDEP.
26.1% encountered at least one case of SUDEP
in the past 24 months. 6.8% of neurologists

discussed SUDEP with all patients.

More research is needed for in-depth understanding.
Physicians may disclose risk more often if they have
treated someone with SUDEP or following ethical

discussions.

An honest and frank debate is required between
clinicians, patient advocacy groups and those
involved in developing guidelines to allow one to
reconcile the disparity between guidelines and

clinical practice in regard to SUDEP.

SUDEP conversations can be framed to minimise
distress. Neurologists with more experience and
diverse caseloads report less perceived distress to
SUDEP discussion. Guidance is needed regarding the

best approach to SUDEP discussions for neurologists.



Miller et al,

2014

Describe the practices of
epileptologists,
neurologists and advanced
practice nurses (APNs)
regarding discussing
SUDEP with their patients,
and their rationales for

discussing SUDEP

Two focus
groups: one
with
epileptologists
and
neurologists;

one with APN's.

EPILEPSY RISK COMMUNICATION

had completed post-grad

training.

200 completed surveys.
76% adult neurologists;
33% additional training in
epilepsy or
neurophysiology. 43%

saw 100 PWE annually.

19 epileptologists, 16
neurologists and 8 APNs.
All areas of central

America were represented

number of
incorrect
identified risk
factors from
correctly
identified
factors &
multivariate
logistic

regression.

Themes were
inductively

developed.

20

Epilepsy training, years in practice, having over
100 patients annually and having a case of

SUDEP increased the likelihood of discussion.

62% discussed SUDEP when patients were ‘high
risk’. Risk level and additional training was
associated with an increased risk of a perceived
negative response to SUDEP discussion

(p=0.038).

Themes:

1. Reasons for discussing SUDEP: Practical
accountability; Moral accountability, proactivity
and reactivity, and for nurses only — patient

advocacy.

2. Reasons for not discussing SUDEP: to wait for
a rapport to be established, being morally
accountable, and being out of options.

3. Ways in which SUDE should be discussed:

face to face discussion were common with

A standardised approach to discussing SUDEP is
needed to facilitate clinicians, and overcome fears

that discussions will cause harm, and have no benefit.

Decisions not to disclose might not be patient

centred.

Clinicians should involve PWE in decision making.
The next step is to provide a practical guide for
discussing SUDEP. SUDEP education should be a

component of epilepsy care.
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Ross et al, 2015 Evaluate current clinical
practice and determine
whether there had been a
change in frequency of

SUDEP discussion

following prior audit.

Xuetal, 2015 Evaluate awareness and
perspectives on SUDEP

among adult PWE

A retrospective

case note
review of a

single service.

Questionnaire.

392 patients were
reviewed, 240 case notes
were available for review
from PWE attending a
specialist clinic. 27 new
referrals. 213 return
patients.

46% were males. Mean age

36yrs.

40 males a 65 females took
part in the study, mean age

of 41 yrs.

Descriptive
statistics and
comparisons
between risk
factor groups
using fisher’s

two-tailed test.

Multivariate
logistic
regression
explored the
variables among
patients
associated with
their awareness

of SUDEP and

21

written materials; requirement for standardised

protocols that can be adapted to individuals.

SUDEP discussions were documented in 67% of
new referrals, 30% of return patients.

These included by neurologists with a specialist
epilepsy interest (40%), 30% with epilepsy
nurses, 17.4% with GPs. PWE with GTC's were
more frequently informed of risks; PWE for
longer than 15yrs, drug resistant seizures and LD

were less frequently informed.

62% of PWE wished to know all information.

32% wanted a reasonable amount.

52% thought epilepsy was not associated with

higher risk of death.

14% had heard about SUDEP before the study.

89% of participants wished to be informed about

SUDERP, preferably by their neurologist.

An inverse relationship between those at greatest risk
and those most likely to be informed might reflect
perceived difficulties in discussing SUDEP where it
seems there are no therapeutic options left to cover.
A tailored discussion in clinic with discussion of risk-

reducing strategies will be a positive intervention.

The authors encourage health professionals and
policy makers to incorporate SUDEP discussions in
regular practice and as a quality measure of clinical

practice.
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RamachandranN  Understand the range of

air and Jack, adult patients' views on
2016 discussing SUDEP with
PWE; clarify the optimal

timing and formulation of

information.

Telephone semi
structured
interviews. 1

focus group.

23 PWE (7 males and 16
females) recruited through
an adult neurology clinic
and a community epilepsy
agency. Aged 18-65,

median, 33.

19 participated in
interviews. 4 in focus

group.

willingness to
be informed of

this.

Directed content

analysis

22

10 (43%) had heard about SUDEP previously; 2
learned through the internet, 4 through the
community epilepsy agency, 3 from their
neurologist, and one from their mother.

All agreed SUDEP should be discussed at the
diagnosis. 3 felt SUDEP disclosure should be
individually decided. 19 considered there may
be negative effects, such as anxiety.
Neurologist rather than the emergency

department, best person to inform.

No participants correctly explained meaning of
SUDEP, even when leaflet given. 50% of PWE

felt anxious upon learning about SUDEP, short

lasting. Some reported then increasing adherence

to their medication.

Face to face discussion of SUDEP with the
neurologist important. Written information
beneficial. Content should include an estimate of
individual risk, emphasis on actual prevalence and

preventative strategies.
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RamachandranN
air, Jack and

Strohm, 2016

Understand the
experiences of relatives of
individuals whose deaths
were identified as SUDEP
and to explore their
preferences regarding

SUDEP counselling.

In depth semi-
structured

interviews

Stratified purposeful
sampling: people over 18
bereaved by SUDEP.

27 participants, 21 females
and 6 males. 4 were
siblings, 5 were spouses

and 18 were parents.

Thematic
analysis using
categories from
the
questionnaire
and emergent

categories.

23

1. Experiences at the time of SUDEP: all

experienced shock and guilt.

Neurologists should inform patients SUDEP.

Optimal timing decided case by case.

2. Awareness of SUDEP: families could . X .
Deliver information face to face at first or second

accurately define SUDEP, most drawing parallel o . . .
visit. Give printed material.

between SUDEP and SIDS. Only 9 participants

Content should include realistic risk appraisal.
knew about SUDEP before the cause of death.

Many were angry not to have known carlier, Emphasise preventative strategies.
feeling there could have been preventative steps.
Awareness of SUDEP after death was valued,
giving "peace of mind".

3. Whether to discuss SUDEP: SUDEP
education was overwhelmingly valued, especially
for those with specific risk factors. PWE stated it
was their right to know about their condition.
Possible negative effects included making people
over protective of the PWE.

4. Information should be provided by the
patient’s neurologist shortly after or at the time
of diagnosis.

5. Content of the SUDEP discussion: include an

explanation of SUDEP; associated risk factors



Shankar et al,

2016
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Compare the 17 risk
factors to cases of SUDEP
deaths, and those living
with epilepsy to determine
how strongly these factors
are associated with SUDEP

risk

Comparison of
risk factors as
identified using
the SUDEP and
seizure safety
checklist were
compared
between live
samples and
people who had
died from
Epilepsy related

deaths.

43 SUDEP deaths of 93
Epilepsy deaths occurred
between 2004 and 2012.
The coroner’s notes were
used and compared with
the medical notes from 220

live PWE.

Groups were
compared and

relative risk

factors ranked.

24

and preventative methods. Note the rarity of

SUDEP.

9 (of 17) risk factors differed significantly
between groups. 2 were not modifiable (duration
of epilepsy and GTC's). 7 modifiable risk factors

were identified and ranked.

The study supports the use of an evidences-based
checklist to discuss potentially modifiable risk factors

with patients
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Louik et al, 2017

Nisbet et al,

2017

Examine attitudes towards
SUDEP discussion among

family members

To explore the experiences
of neurologists in Scotland
when discussing SUDEP

with the patients.

Semi-structured
telephone
interviews
about
experiences of
SUDEP

discussions.

Qualitative
individual

interviews

138 family members
enrolled on the North
American SUDEP
Registry. 79% were
conducted with at least one
parent, 10% with widower
and 10% with offspring
and 40% with another next

of kin or carers

6 consultant neurologists

and 4 registrar doctors

participated in the research.

Regression
analysis to
identify
predictors of
SUDEP
awareness.
Factors
included: year
of death, status

epilepticus,

GTCS and age.

Thematic

analysis.

25

18.1% recall having discussed SUDEP, initiated
by the neurologist in 44% of these cases. 72%
appreciated this discussion, 24% were unsure.
For those who did not recall a SUDEP discussion
72.3% wish they had, 10% did not and 17% were

unsure.

Common themes they wanted discussed

included: incidence of SUDEP, general SUDEP
information, importance of AED adherence. No
significance was found for factors increasing the

likelihood of SUDEP discussion.

Themes:

1) The SUDEP protocol: Clinicians engage in 2
types of SUDEP discussion — with PWE who are
newly diagnosed, and uncontrolled. For those
with uncontrolled seizures it was used to
emphasise the risk and encourage AED
adherence. SUDEP was not discussed if the PWE
appeared to be distressed or anxious.

2) Diffusion of the FAI- The Fatal Accident

Frequency of SUDEP discussion may not be
increasing, contrary to other research. Research
should examine why people might not want to learn
about SUDEP and whether SUDEP education can
mitigate risk factors such as AED adherence.
Healthcare should discuss SUDEP when caring for

PWE rather than after the person has died.

The FAI in Scotland has increased SUDEP discussion

by highlighting possible medico-legal implications.
Future studies should quantify behaviour changes
post SUDEP discussion, as this might facilitate

confidence to increase SUDEP conversations.
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Henning et al,

2018

Assess how much
information PWE and their
family members wanted
about epilepsy related risks
and whether this need was
met by health care

professionals.

An online
questionnaire
available
through a
Norwegian
epilepsy

association.

1859 participants.

1183 were PWE.

676 were careers
answering on behalf of

PWE.

Chi squared test
used to analyse
group
differences and
multivariate
logistic
regression used

to determine

26

Inquiry (specific to Scotland) heavily influenced
how clinicians’ emphasis on SUDEP discussions
although there were some mixed feelings.

3) Breaking good news- there were mixed feeling
surrounding discussing SUDEP.

4) Falsely anticipating distress- Clinicians
believed they were likely to cause distress and
anxiety by discussing SUDEP. Many being
surprised when PWE react calmly.

5) Pressure hinders effective communication-
Clinicians report that the requirement to discuss
SUDEP sometimes inhibited their ability to do it

well, due to time pressure.

90% wanted information about risks and
premature death. Having generalised tonic clonic
seizures was associated with wanting information
about the death risk (p=0.001). Male gender,
younger ages and aetiology of epilepsy were
significant factors for having been told about
SUDEP. 14% of patients felt they had been well

informed.

There is a gap between what the patients want to

know and what they are told by healthcare providers.



Shankar et al,

2018
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Determine whether the
introduction of a risk
communication checklist
in an epilepsy clinic leads
to a reduction in individual
SUDEP epilepsy mortality

risk factors.

Repeated
measures.
Assessment of
risk using a
checklist was
conducted twice
as part of
routine care in a
specialist
epilepsy clinic,

one year apart.

130 consecutive
individuals from the
neurology clinic and 129
from the ID clinic. The
second application 91 and
93 individuals,

respectively.

27

factors that may
predict a wish to
be given more
information, or
people being
given more
information
about increased

risk.

Paired t-test to Overall reduction in mean risk score for the

compare general population (p=0.049) but not for the ID
groups. population (who had received risk information on
numerous occasions previously).

There was a risk reduction in the top 25% in both

patient groups (p=<0.001).

Safety advice had direct implications for reducing
risk factors.

The introduction of a safety Checklists supported.
Policy might promote use of health promotional
checklists in epilepsy to reduce morbidity and

mortality.



Young et al,

2018

Assess whether PWE and
their families or support
workers were SUDEP
aware and could recall
discussions about SUDEP
risk and the role of

nocturnal surveillance.

Questionnaire.

EPILEPSY RISK COMMUNICATION

121 responses from PWE
with LD under active
follow up in July 2017.
75% were living in a

residential setting

Fisher’s exact
test was used to
establish
differences
between those
PWE living
family or in a
residential

setting.

2.8

PWE with ID placed in a residential setting are
more likely to not have person centred risk
advice implemented compared to those in a
family setting. Those in the family setting were
more likely to recall the SUDEP discussion
(65%) compared to those in the residential setting

(39) (p=0.006).

PWE with ID should be offered nocturnal monitoring

to help recognise previously unknown events.

Structured communication tools might help to reduce
risk.
Risk discussions need to be repeated and tailored to

match the PWE.

A cost-effective intervention could be developing an
electronic learning module for professions working

with PWE with LD.
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Table 6:
Guidance around how to communicate with PWE about epilepsy risk and risk factors
Guidance Paper
Timing and 1. Evaluate whether the clinician has the right experience to  50Lewis{(2008)
frequency of engage in discussions Altleprepoatal 2000
communications
2. Evaluate the risk of harm or distress in the PWE, for 24Miller-etal- 2014
example it might not be appropriate to hold conversations  51Mehanraj(2006)
at the time of diagnosis doRossetal20 5
3. Conversations should be held as early as possible 47,45, 35Leuiketal
2647
Pomnshandemal ateand
Jack-(2016)
Lomnshandeans seaial
(2616)
4. The timing of conversations should be individually 50, 3. 43Eewis-et-al(2008)
evaluated Yeoung-et-a-2048)
Vegnictal (204
5. Conversations should occur at least yearly, more 4. 3Shankar (2018}
frequently if there are risks, including where people are at Young-etal-2048)
low risk, or have an intellectual disability.
6. The clinician might also ask PW Ethe-patient whether 42Morton(2006)
they want to discuss risk.
Method of 7. Full information should be provided to PWE and their e
communication families. Xu-et-al-(2013)
8. People may prefer to be informed by a neurologist. A0 i e
Ku-et-alH2045)52, 35
RamachandranNair-ct-al
2616)
9. There should be more than one method of communication 4RamachandranNair-and
about risk (online, printed, and verbal). Jack-20165)
10. Having a policy that clinicians must discuss risk and srboeta 20
ensure that people are better informed and overcome
anxieties from the clinician
Content of 11. Conversations should be framed in a manner acceptable Ao dinneeral 20
communication to a person with epilepsy
12. More experienced clinicians should deliver discussions 48Friedman-ctal-(2014),
42
Morton-et-al-(2006)
13. Acknowledge both the anxiety of the person with S0, bevrs-ctal-2000
epilepsy and the benefits of increased awareness. Diimddellaral ooy
14. Normalise the risk of SUDEP / be realistic with actual 42, Morton-et-al-(2006)
prevalence and preventative strategies RamachandranNair et al
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Jaek204645

15. Checklists can help to guide risk discussions Shankar-ctal. 2016:25,
27617
3Young et-al (2018)

Timing and frequency of communication
Whether to hold discussions:-

Despite risk communication being considered important, it remains infrequent or ineffective
(47Louik,-Doumlele Hussain,-Crandall-Buchhalier,- Hesdor[fer-ct-al- 2017 (US, Canada); S0Lcwis;
Higgins-&-Goodwin, 2008 (UK); Mertond2; Richardson-&Dunean; 2006 (UK)). The clinician’s
direct experience of epilepsy and SUDEP (Eewis-et-al;502008 (UK); Merton-et-al;2006-42(UK))
and whether they had a specialist interest in epilepsy (46Ress;Waddel;-Heath; 2015, UK) are
important determinants of whether risk is discussed. Communication was also affected by the
clinician’s experience of SUDEP (43VegniLeone,Canevini;Finuper; Moja;20H, Italy). Avoidance
of harm to the PWE was the main rationale for not discussing risk (24MiHer-et-al;-2044, US; )
Vegni-etalH20H43, Italy). It was found in a study that many clinicians still do not believe that
SUDEP or other mortality issues should be discussed with PWE (43, Vengi-et-al 2041-Italy). Some
consider telling people who are newly diagnosed or who have good seizure control as “lower risk”,
thus believing they may cause distress for no reason (51Mehanraj; Nerrie;Stephen;Kely-Hitiris;
Brodie; 2006, UK). However,-RamachandranNairJack &Strohm-(2016. UK otherstudiesfocusing on
the experiences of PWE of risk discussions, foundhave-alewed-insight-inte-the-experience-of PWE-in

these-diseussions;suggesting that people feel anxious in the short term but then reassured along with

an association with subsequent increase in medication use- (35RamachandranNairJack & Strohm

2016, LHO:

to-families—Other studies report that over 90% of PWE wanted to be informed of most if not all

information through communication with their clinician (49Henning; Nakken-&Lossius; 2048
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(Norway); 52Xu-Ayyappan-&-Seneviratne; 2045; (Australia))._Of the 12 papers considering whether

a conversation is valid, Tend9 supported the position that conversations should be held while two

2provided more balanced positions, acknowledging that the clinician is best placed to make the

ultimate decision, but providing guidance should they feel it clinically appropriate.

Timing:-

Seven of the 17 papers considered the timing of risk discussions. Louik et al (472647, US
and Canada) examined the experiences of bereaved families, and their concern that SUDEP should
have been discussed with carers prior to death. Of 12 survey and interview studies of PWE, families
and clinicians, three postulated that the timing of discussions should be individually evaluated (Lewis

50et-al5-2008 (UK); ¥Yeoung3etal; 2048 (UK), 43Vegni-et-al;- 204+ (Italy)), but how to do so was not

detailed. - Two questioned the appropriateness of informing on risk at the time of initial diagnosis
(51 Mehanrajet-al;-2006 (UK); 24and Milleret-al52044 (US)). Three suggested conversations
should occur at the first or second clinical meetings (47Eeuik-et-al20+7 (Canada and US);
45RamachandranNair-and-Jack; 2016 (UK, Australia, Canada); 35 (and-RamachandranNair-et-al;

2046;-UK). The remainder did not comment on timing.

Frequency of communication :-

Waddell, McCool, Turner, Norman, Coker, White et al.; (2643, UK) found that SUDEP
conversations were more likely to be held where people are non-compliant with medication.
However, despite the emphasis on high risk people being more informed, a study by Ross et al.;
(462045, UK) suggested that those who had had epilepsy for longer than 15 years, had drug resistant

epilepsy and/or Learning Disability, were less likely to have been informed.

Ross et al. (462045) also found an increase of case note documented discussions from 4% in

2009, to 31% of all referrals_a year later, where 240 of 314 were available for the second audit.
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Young et al (20083, UK) observed that it may be important to repeat discussions to ensure awareness

and understanding, particularly for those with ID living in a care setting, or with less recent diagnosis.

Notably, the literature extracted was only that which focused on how to hold conversations.;

and-did-net Although the evidence appears to be increasing in support of PWE being informed of risk,

one paper discussed the PWEpatient’s right not to know (42Merten-et-al5;2006, UK).

Method of communication

Method of communication :-

Six studies (52Xu-et-al; 2045 (Australia)); 35-RamachandranNairet-al52046 (UK);
45RamachandranNair-and-Jaeck; 2016 (UK, Australia, Canada); Ross et al., 2015 (UK); 47Leuik-et-al;
2047 (US and Canada); 49Henninget-al;2048 (Norway)) focused on the views of PWE and their
families directly. Over 90% of people wanted to be informed of most if not all information
(49Henninget-al; 2048 (Norway); 52-Xu-et-al 2045 (Australia)). All studies suggested that they

would prefer to be informed face-to-face by an epilepsy specialist. Additional written (35;

45RamachandranNair-et-al; and-RamachandranNair-and-Jack; ) or electronic material
(3¥eung-etal; 2048 (UK)) might also be helpful.

Protocols: -

Nisbet, Turbull, Mulhern & Razvi (442647, UK) evaluated the use of a protocol requiring
clinicians to discuss SUDEP with PWE. Based on interviews of six neurologists and four senior
medical trainees working in a neurology service, they found that pressure to discuss SUDEP created
considerable anxiety in clinicians, who in turn believed this would create anxiety in PWE. PWE in
fact responded calmly. Clinicians found the pressure of a forced conversation inhibited risk

discussions.
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Content of communication
Various points were made about the content of conversations.

Reducing distress:-

Friedman_and colleagues (48);- Donner;-Stephens, Wright; Devinsky-(2044) conducted a

survey of US neurologists (n=1200), which suggested that conversation should be framed

appropriately for the PWE who is the focus, which can then reduce levels of distress. Clinicians
experienced in delivering these discussions, particularly those who had seen PWE for longer, seen
more of them, and had more years since qualifying were more confident in reducing distress.
However, a demand for further education for clinicians and PWE and care givers was also identified.
Morton et al (422006) also found experienced clinicians described feeling more at ease in discussing

risks.

Balancing anxiety with risk reduction discussion:-

Following their study of 146 members of the Epilepsy Nurses Association, UK, Lewis et al
(200850) found that nurses felt that although it can be anxiety provoking, risk conversations increased
adherence to medication, and 41% stated that it enhanced quality of life for people. Guidance was
unclear from findings, but the authors argue that clinicians must balance too much information control
with the potential benefits of awareness. They also found that nurses preferred face to face
communications, however, 36% (n=37) of risk conversations were held in nurse led clinics; 27%
(n=28) in a ward setting; and 36% (n=37) over the phone as these were opportunities where risk arose

1n conversation.

Normalising the risk discussion: -

Morton et al (422606, UK) suggest that normalising the risk of SUDEP is also important, for
example, by highlighting that it is less common than being hit by a car. RamachandranNair et al

(352646, UK) and RamachandranNair and Jack (452646, UK, Australia, Canada) also support this
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approach, stating that there should be a realistic appraisal of risk with the emphasis on the actual

prevalence and preventative strategies.
Checklists: -

Discussions can also be supported by checklists (25; 4Shankar-et-al;2046:2048, UK), which

can improve the safety for PWE (4Shankaretal;2048; Young 3etal; 2048, UK).

Discussion.

This paper was designed to extract guidance from the literature around how to communicate risk with

PWEpeople-with-eptlepsy, offering additional information for clinicians to draw on in Epilepsy

management. How this is appropriately applied will be determined by the clinical judgement of

practitioners. However, the complexity of language eefand interaction deserves careful consideration

to enable collaborative care with PWE-patients. In the introduction, two barriers to communications

about risk were identified.

1. The lack of guidelines for how to hold clinical conversations about risk.

This paper extracted from the literature the extent of current guidance on how to hold
conversations about epilepsy risks and risk factors with PWE. Findings included: that initiating
communications should be moderated on an individual basis, but should generally be held early on,
and frequently; preferred methods of communication are face to face with a neurologist; and content
of communications should be such that information is framed in an acceptable manner and that risk is
communicated, but also normalised. This guidance might provide some direction for clinicians, and

improve confidence in holding clinical conversations about risk.

2. Ethics of risk communication
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All four studies that represented views of PWE and their families found they want increased
communication, where those focusing on clinicians’ views (six) were more reserved. The gap seems
to be around concern from clinicians about creating more distress than is required. This review
identified some methods of reducing anxiety, for example being realistic around effects of risk and
normalising the risk of SUDEP; acknowledging anxiety and benefits of awareness; framing
conversations appropriately for each individual, and having experienced clinicians available to
support discussions. There is also disagreement where PWE recommend conversations are held as
early as possible, and neurologists urging caution following recent diagnosis. Lessons might be learnt
from areas such as oncology where discussion of person-centred risk and mortality is common

practice. For-example; Pino and colleagues (1) discuss the importance of learning from the

observation of how experienced clinicians interact in order to enhance communication, for example

including ‘elaboration solicitations’ in interactions in order to encourage PWE-patients to discuss their

end of life concerns, in a way that does not increase anxiety. We-sueesestthat Osbservation of

experienced epilpetologistsneurolosists to better understand how they work, in order to offer guidance

for other professionals would be similarly advantageous.-

The eaution-reservation evident in practice recommendations may stem from the different
participants involved in studies. Six studies focused on the clinician’s views (48Friedman-et-als
2014; Lewis-50et-al--2008; 24Miller-ct-als-2014; 42Morton-ct-al-2006; 44Nisbett-et-al-2017 and
43Vegni-etal;201H), and four on PWE and their families (47Louik-et-al520+7; 49Henninget-al;
2018; 45; 35RamachandranNair-and-Jack,- 2016:- RamachandranNair-ct-al.-2016; 52Xu-ct-al-2015).
However, this reflected a higher number of PWE and their families (n= 6,641) than clinicians
(n=1638), one study being of (n=1200) people in Norway (49Henninget-al52648), and one not
stating participant number just 5 focus groups (24MiHeret-al;2044). The remaining 7 studies
included researcher driven analyses of clinical notes (2); and comparative group studies (5), again
testing researcher driven theories, rather than emergent from the views of PWE and their families.

Capture of discussion between clinicians and PWE would be beneficial. Further, clinician’s have
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responsibility for care, making caution appropriate. There is emerging evidence of the benefits of

communication (3) but the long term effects on risk management are not yet fully explored. Ne-study

Further, as expected, where

there was caution from clinicians, the papers spent time discussing how to over come conversation

difficulties, which seems to be a gap (e.g. 42. 43, 25. 4. 3, 50).

sultation:

Solutions: -

The future development of guidelines may-alse require nuancing with different stages of
conversation. It may be appropriate to discuss the type of information that people wish to be
informed of, prior to any discussion about risk. This is based on Morton et al’s {2006)-reminder that
PWE and their families also have the ‘the right not to know’ (42Merten-et-al2006). This might be
part of promoting a psychologically aware approach, considering the wider effects for people’s
lifestyle and relationships_(53), moving beyond medication compliance as the main rationale for
engaging with discussions. Services might engage both neurologists and clinical specialists, and PWE
and their families in consultation groups to design how best to deliver information, so that the

concerns of all stakeholders are represented.

Finally, in terms of communication ethics, the broader social media context should be

considered. Whether or not clinicians feel comfortable holding conversations, information is
available from other sources such as the media and the internet. The quality and-seurees-of this

information are-is variable, and frequently not designed to support the management of anxiety. Beth



EPILEPSY RISK COMMUNICATION 37

hat PWE can experience this in

uncontained ways (¥oune3-etal 2019: -35RamachandranNairet-al-2016). They may or may not then

raise these discussions with clinicians, and we propose that further research may be conducted to

examine the effects of internet information and how this influences PWE. A cautious approach may

be prelerable. enabling —Fherefore—reonrdless-olassessed-riskasdov"orhichor-otherbarierns#

may-be-betterfor PWE to receive accurate information from a a-supportive clinician who can refer to

relevant support services if required.

Evidence base critique:-

The evidence for guidance extracted here was limited. Studies have not considered directly

how communication works, and most research focuses specifically on communication about SUDEP,

rather than other eEpilepsy risks, such as: such as self-injury, problems with driving, overdose of

medication, under-dosing of medication, drug interactions, ongoing seizures, status epilepticus, nor

other risks associated with the clinical management of epilepsy. A greater amount of research around

communication is required that covers these areas.

Methods and samples were heterogeneous. The-information-extracted-here-was-based-on

heterogeneous-methods-and-samples—This heterogeneity enabled-captured efthe views of

multipledifferent stakeholders, including neurologists, non-specialist doctors, specialist nurses, PWE,

their families, and bereaved families. However, the lack of homogenous studies meant that a meta-

analysis or synthesis was not viable, thus reducing analytic power. —Giventhelownumberof

pessible—There was unequal distribution (four studies examined PWE: six studies, clinicians;

representing a total of 6,641:1638 participants). There was also no consideration of how PWE’s nor

clinician’s individual differencesPWEpatients, such as gender, ethnicity, |Eearning dBisability, age or

other demographics, beyond experience of eEpilepsy, may affect communication, which future

research may address.
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Methods also varied. Views elicited from PWE were mainly from interviews (3) and one
survey. Clinicians were included in four surveys, one interview and one focus group design, so
overall with less opportunity for elaboration by clinicians. These surveys were also used to identify
predictors of whether conversations were held. Three studies compared groups to test directly for
causative relationships. These focused on the use of predesigned checklists (4Shankar-etal;2618)
and showed evidence of significant improvement in awareness of risk and reduction of risk factors
where communication about risk used this structured method. Thus, most guidelines and postulated

consequences were based on neurologist epintensperspectives, rather than those of PWE and families,

such as that conversations appear to mediate AED adherence, despite there currently being limited

evidence for this (47Eeuik-et-al52047). There was less opportunity for clinicians to elaborate their

responses given the survey methods, though this enabled larger participant numbers. Direct

observation of skilled clinicians was also missing, hence people actually engage in risk discussions is

not yet well understood.

Seven quantitate surveys were conducted, with Three studies including more than 50
participants and Two more than 200. This seems to offer reasonable confidence in generalisation of
findings. These were conducted mostly in the UK (6) and one in Norway, potentially not capturing
international variation. All studies, apart from the two group comparison studies, drew on
retrospective reports from clinicians and PWE rather than examining how the communications
actually took place. Group comparison studies can raise ethical issues, as trials cannot be run where
communication is withheld. Alternatively, future research might focus more directly on clinical
conversations, following the substantial rise in the use of Conversation Analysis to explore how
communication works in practice (54Smart-and-Aubura;2019). Analysing clinical conversations
might enable the identification of best practice for clinicians in engaging people with risk discussions,
and provide a helpful method for training clinicians (55)Smart-et-als2049). Weknow-that

eExperienced clinicians seem better able to discuss risk (42Merten-et-al;2006; 48Freidman-et-al;
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2014), but it is not yet known net-yet-hew-thow they do this, which could be extracted-identified and

then trained more widely.

Strengths and Limitations of the review

This review was limited by the low number of published papers available that comment on
how clinical communication about risk might be achieved (only 17, with no limiters, all published
between 2001 and 2018). None of these papers directly addressed the question of how to have
clinical conversations about risk. Six papers focused on the frequency of SUDEP conversations, four
on evaluating clinical practices, three on SUDEP awareness, two on use of the safety checklist and
one on mortality rates, and one more generally on discussion content. All guidance was extracted
from brief mentions of recommendations in the discussion section, not direct empirical data. We

argue this is a gap that future research should address.

There were limited inductive studies that might identify new insights for practice. Of those
qualitative inductive studies, there was diversity in how themes were extracted, some being driven by

the questions asked, again limiting the inductive nature of the research.

Risk discussions with PWE are a complex issue and clinicians will need to make their own

best judgement about engaging in them. A research focus on -communication in epilepsy contexts

may reveal better communication methods, facilitating future collaboration and engagement with

peopleatients in managing their eEpilepsy.
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Conclusion.

There is frequent reference to the limited guidelines provided by NICE or the AAN, about

how, when and whom to discuss SUDEP and epilepsy risk with. This paper revealed the limited

research available around how conversations with PWE about risk might best be held. It is the first

paper to summarise the available guidance, taking a step towards better understanding how

conversations about risk with PWE might be held, which has not yet been directly addressed. Fhis

what-to-diseuss—The guidelines arising here from-the-paper-should be used with discretion, as less

than optimal empirical evidence is available. Situations should be considered individually, but in

general, Econversations about risk should be held early on. Future research should better integrate the
perspectives of clinicians and PWE, to understand how anxiety on both parts can be overcome.

Research should focus directly on the-clinical practice, expleringto gain direct insight into how

experts manage difficult conversations, in order to support and inform other clinicians. Focal areas

could include: what it is helpful to and say when conversations are held about risk, how these
conversations are received, and where they are best located in a treatment pathway. Research should

explore how different service contexts are relevant to the delivery of risk discussions. This will

enable clearer and more focused guidance, embedded directly in the experiences of PWE and

clinicians, and within the realities of clinical practice.
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Keep Safe: The when, why and how of epilepsy risk communication

Highlights

e There is limited guidance and evidence for how clinicians should discuss risk with
people with epilepsy, but derived from that available:

e Timing and frequency: Clinicians should ideally discuss risk with people with
epilepsy at the first consultation

e Method of communication: People with epilepsy prefer to be informed by specialist
clinicians, and through more than one mode of communication (online, verbal and
printed).

e How to communicate: Clinicians should acknowledge in conversations both the
anxiety that risk discussions can generate, and the benefits of increased awareness.

e Conversations should be modified to meet the unique life contexts and personal needs

of individuals.
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Abstract
Purpose

Risk communication between clinicians and people with epilepsy (PWE) and their families is under
researched. There is limited guidance about when and how to have these discussions. This paper
explores the current evidence on quality of risk related conversations in epilepsy and suggests a

concept of an evidence-based guideline for person centred structured risk communication.
Methods

A literature search of four electronic database, Ovid Medline, Ovid Embase, PUBMED, and
CINAHL, was conducted by two independent reviewers using relevant search terms following the
principals of the PRISMA guidance. No limits were applied. Supplementary searches included using
backwards and forwards citation searching. A predesigned inclusion and exclusion criteria was

administered to the identified results.
Results

From 376 results identified, 17 studies met the final criteria of which ten were quantitative, five

gualitative and two mixed methods. Perspectives of PWE and clinicians were represented.

Extracted data was clustered into three domains: communication initiation (e.g. timing, individual
tailoring); communication methods (preference for face to face with neurologists); and
communication content (acknowledging the anxiety produced by risk communication, the benefits of
being self-aware, normalising risk etc.). No papers focused on conversation structure (e.g. helpful

phrases), or the best locations to hold conversations.

Conclusion



More research is needed to develop structured communication of risk. An attempt has been made to
put current evidence into this format. Clearer guidance will enhance clinicians’ confidence in

communicating person centred epilepsy risk with PWE and their families thus improving outcomes.
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Keep Safe: The when, why and how of epilepsy risk communication

Introduction

This paper collates guidance from the literature around how clinicians might best hold conversations
about epilepsy risks, without undermining clinician skills of undertaking these conversations.
Difficult conversations especially around risk of death are complex and can be misconstrued. There is
ongoing debate around risk discussion rationale (1, 2), however, recent research illustrates how better
risk communication can change outcomes (3, 4). The focus of this paper is the communications
directly. Greater understanding of communication has significantly affected patient engagement with
care, for example, discussing lifestyle risk assessments with GPs (5) and in facilitating delicate end of
life conversations in oncology settings (6). A similar approach would be beneficial in the world of

Epilepsy.

The rationale for discussing epilepsy risk

People with epilepsy (PWE) and their families are concerned that they do not receive enough
information about risks related to epilepsy, nor how to manage these (7). In 2002, 42% of epilepsy
related deaths were identified to be potentially avoidable had PWE and/or their families been more
aware of the risks of morbidity and mortality (8). Annual epilepsy deaths match those for asthma
though the prevalence of asthma is ten times that of epilepsy (9). It appears that the incidence of
epilepsy deaths is increasing, indicating the need for preventative interventions (10). Discussion of
lifestyle behaviours, such as medicine adherence, alcohol and recreational substance intake and how
to monitor seizures particularly at night and awareness of outcomes such as Sudden Unexpected
Death in Epilepsy (SUDEP) might reduce morbidity and mortality from epilepsy (11, 12). Itisa
clinical recommendation that epilepsy risks and SUDEP are discussed with PWE (13, 14, 15, 16).

Yet PWE and their families are continuing to report poverty of and inconsistent information about risk

(17).
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Another rationale for risk conversations is family sequelae following deaths. Families and
PWE believe that all those related to or working with a PWE should be informed (18). More than half
of bereaved relatives of SUDEP highlighted lack of awareness that epilepsy could be fatal prior to

their relative’s death (19). This can lead to feelings of guilt about not having done enough to help.

Barriers and challenges to risk communication

Despite clear justification and recommendation for discussing risks and risk factors, PWE and
their families often remain poorly informed (20). A study of a sample of Australian family and
friends bereaved by epilepsy death, illustrated that the majority (53%) had believed that death from a
seizure is not possible (19). Thirteen (of 101) participants believed seizure deaths could only be

related to seizure accidents, not the seizure itself.

Even when PWE were informed about SUDEP, they can remain unsure of what this means

(21). Thus, some of the issues might relate to ~ow information is communicated, not just whether it is.

Lack of knowledge can be a concern for clinicians, too. General Practitioners (GPs) are
often the person that PWE prefer for monitoring Epilepsy, but GPs can feel lacking in confidence to
do so (22). Further, PWE perceive this ‘lack of confidence’ from GPs to avoid discussing the risk
and social aspects of the condition, including work, driving and financial effects (22). Within the
paediatric population, one study found that 75.4% of paediatric care providers were unaware that
children with epilepsy were at a risk of SUDEP (23). Clinicians without a specialist interest in
epilepsy particularly struggle with conversations about SUDEP and epilepsy risks and may benefit

from further information (25).

This difference between specialist and non-specialist information giving might relate to
assumptions that discussion of SUDEP and epilepsy risk should be with only those at ‘higher risk’,
and specialists are more likely to see this group. Though there are factors indicative of cumulative
risk (25) there is as yet no validated approach to classify epilepsy risk into ‘high’ or ‘low’.  Also,

people considered as ‘low risk’ die, and so care needs to be taken not to make false assurances (26).
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The preference for only discussing risk with ‘high risk” groups also occurs in specialist services.
Another confounder is that epilepsy is a chronic condition which waxes and vanes with life event and

age. Thus, risk rarely remains static and can fluctuate over time (4).

The incidence of epilepsy death in newly diagnosed PWE is very low (1:10,000). However, if
epilepsy is chronic, as in 30-40%, the risks can increase to significantly high levels such as those with
pharmaco-resistant epilepsy that are failed by epilepsy surgery (1:300) (27). The lack of a continued
dialogue or even a single discussion might reflect a paternalistic view of SUDEP and general risk
communication (28), that is, that PWE and their families need protecting from knowledge of SUDEP.
As of now, SUDEDP is only frequently discussed in relationship to increasing adherence to medication
only (29), rather than routinely considered. However, SUDEP is only one issue, and evaluation of

other factors that might be discussed does not seem widely available.

Ethics of risk communication

Clinicians may fear distressing PWE or making them uncomfortable in discussing risk (30).
This may relate to an ethical concern to “do no harm” (31, 32). This includes the possibility that
clinicians might be giving information that is less relevant to that person where they are perceived as
“low risk” (Hamid et al., 2010), to prevent creating unnecessary anxiety (31). Indeed, Beran (33)
noted that the psychological sequelae of risk communications to PWE remain unknown. It was
observed that there is considerable debate, including, suggesting that a more compassionate and value
based approach to care would recognise that PWE and their families need to be able to make informed
decisions, which they cannot do without adequate information, and the clinician should not have the
right to remove this choice (34). They clarify this, stating that PWE might develop better self-
management strategies (e.g. not using soft pillows, sleep or medication manage), improving people’s
perception of control over their lives and possibly reducing risks directly (34). It is also observed that

access to online material can raise anxiety in an unmanaged way and people have less confidence in
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this material (34, 35). Both of these studies conclude that from a patient perspective, clinician

supported conversations are important.

Lack of guidelines to provide person centred communication of risk

The main barrier seems to be a lack of guidelines about how to communicate (36).
Guidelines might inform clinicians better on how discussions should take place or what should be
covered (4). Currently, varied aspects of good practice guidance seem spread across different papers
possibly leading to key features being missed. These include recommendations that risk
conversations should be tailored to individuals, focusing on modifiable risk factors (27); and the
importance of considering repeating conversations at least yearly (3, 36). Other guidance include the
need to consider an individual’s readiness to learn, preferred learning styles and expectations, and the

range of information sources available (37).

Objective/Aim:

The current review aimed to extract from the literature available evidence-based
recommendations of how clinical conversations about risk and risk factors should occur with PWE,

and identify what areas are still under researched.

Method

An open-ended search of four databases was conducted in November 2018; Ovid Medline,
Ovid Embase, PUBMED, and CINAHL, using the search string: ‘epilepsy death or epilepsy mortality
or SUDEP AND patient or individual or disclosure or discuss or inform or communicat* or advice or
risk. Where subject headings were available these were searched for ‘Sudden Death’ and “Epilepsy’
AND ‘Information processing’ and ‘information dissemination’. Reference list checks were
conducted. The PRISMA scoping review checklist was used as a guiding template (Supplementary

information). The review protocol is detailed here.
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Two researchers screened the papers independently for the pre- designed inclusion and
exclusion criteria. A sample of these and all disagreements were discussed with a third researcher.
Inclusion and exclusion criteria are detailed in table 1. These criteria and the search strategy were

developed in conjunction with senior clinicians and information specialists.
Table 1:

Inclusion and exclusion criteria

Inclusion Exclusion

Empirical studies Reviews and opinion pieces

Peer reviewed studies Papers focused only on identifying risk
factors in Epilepsy

Written in English or having an English Focuses on PWE under the age of 18 as

translation due to limited translation funds communication with children may need
different sensitivities

Any research method No mention of SUDEP or epilepsy risks
Evaluations of frequency of conversations Doesn’t explicitly discuss how to
and communications communicate risks

Papers including content of how clinicians ~ Where there were no recommendations
discuss risk with PWE given for practice

Papers including recommendations about
how to talk about risk in epilepsy

Method of quality assessment

Papers were subjected to quality assessment; using either Critical Appraisal Skills Programme
(38) or Appraisal tool for Cross-Sectional Studies (39, 40, 41). The CASP Critical Appraisal tools
were developed as a guide for evaluating research based on features such as clarity of aims and
content and were used for qualitative and quantitative studies. The AXIS was developed to explore

medical cross-sectional studies based on features relevant to these study designs. The CASP and
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AXIS critical appraisal tools do not provide an overall score and ratings are subjective; therefore,
ratings were given independently by 2 researchers, and discussed in a moderation group with a third.

Both tools are designed to give an indication of the credibility of the evidence and potential gaps.
Data extraction method

Data was extracted into a summary table (Results, Table 5). Key questions were applied to
each paper, summarising: main points made about communication and risk; identified helpful and
difficult factors; gaps identified by paper; guidance recommended. Key phrases offering

communication guidance were extracted and grouped.

Results
Description of the papers

There were 376 results, 274 after removal of duplicates. 36 articles remained following title
and abstract review and seventeen after application of inclusion/exclusion criteria.  Fifteen of these
36 were agreed as suitable by 2 independent reviewers; a further five were disputed and arbitrated by

a third reviewer, resulting in 3 further rejections, leaving 17 papers. See figure 1.
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Of the 17 papers, two used mixed methods, 10 were quantitative and five were qualitative
studies. Research quality was assessed using the CASP and AXIS tools, (tables 2-4). All studies
received either a “good” or a “moderate” rating score. Ratings were derived by assessing potential
problems in studies. Ratings were: 3 or less problems, good; 3-6 problems, moderate; 6< problems,

poor.

Seven were rated as moderate quality. Problems were either due to difficulties matching
controls in experimental designs, or not enough detail in the analysis to replicate qualitative analyses.
These are common concerns in clinical research often related to the research context or journal

restrictions. 10 articles were rated as good quality, all quantitative studies.
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Table 2.

Quality ratings of mixed methods studies using CASP

Author and Date  Quality Score for the purposes of this review

Morton et al Quantitative data. Moderate quality. Analysis not detailed, limited word count. Qualitative data — Moderate
(20006) (42) Quality. Limited information aims unclear. More detail for method of analysis needed.

Vegni et al Quantitative data - Moderate quality. Low response rates, possible sample bias as only those with knowledge
(2011) (43) of SUDEP responded. Clear analysis. Ethics or conflict of interests not discussed. Qualitative - Moderate

quality. Clear analysis, two coders used. Relationship of researchers to data not mentioned.

Table 3:

Quality rating of qualitative studies using CASP

Author and date  Quality Score for the purposes of this review
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Miller et al

(2014) (24)

Ramachandran
Nair et al (2016)

(35)

Nisbet et al

(2017) (44)

Ramachandran
Nair and Jack

(2016) (45)

Ross et al

(2015) (46)

Moderate quality- Methods could have more detail to explain thematic and content analysis making it difficult to assess rigour.

Good quality — clearly organised. Clear method. Replicable method. Relationship between the researcher and data not addressed.

Moderate quality- Clearly written. Method clear, including role of the researcher. Recruitment of participants might have been clearer.

Good quality- recruitment, methods and analysis clearly explained. Sample size justified. Replicable. Codes explained including how they were derived

from the interview guide.

Moderate quality- confounding variables possibly not considered e.g. not documenting SUDEP discussion. Follow up time short at only 6 months rather

than a year as other research recommends. Acknowledged by researcher.

Table 4:
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Quality ratings of qualitative papers using AXIS

Author and date Quality Score
Louik et at
(2017) (47) Good quality. Article coherent. Methods clear. Replicable. All 138 enrolled took part in the study. Generalisable.

Friedman et al Good quality. Uses a p value of <0.02 in the logistic regression. 1200 surveys completed, though 9% response rate, remains substantive. Provides reasons

(2014) (48) for non-completions. Methods and analysis clear. Replicable. Sample appeared representative.

Henning et al Good quality. Has a high participation rate (2090), 56.6 being PWE, the remainder, carers or family members answering for the PWE or themselves.

(2018) (49) Participants likely to be representative of PWE. Statistical analysis clear and thorough. Replicable. Findings and discussions comprehensive.
Lewis et al Moderate quality. A representative sample of epilepsy nurses. High response rate, 103 surveys included in final analysis. Methodology and results
(2008) (50) difficult to replicate. This could be because of journal word limit.

Mohanrajetal  Good quality. Used newly diagnosed PWE and those with chronic epilepsy over a 20-year period to assess mortality. Methods and analysis clear.

(2006) (51) Comparisons defined and statistical analysis clear.
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Shankar et al

(2018) (4) Good quality. Methods clear. Analysis clear. Replicable. Generalizable to the population of PWE.

Shankar et al Good quality. Methods clear. Data collected over a 9-year period so likely to be representative of SUDEP deaths and reflects national records.

(2016) (25) Appropriate use of statistics.
Waddell et al Moderate quality. Measures used to assess SUDEP conversation may not be reliable, as they were dependent on accuracy of patient notes. Time
(2013) (2) constraints and different descriptions of SUDEP conversations e.g. using "serious harm" instead of SUDEP may have led to underestimation of SUDEP

conversations. Results and method are very clear.

Xu et al (2015)

(52) Good quality. Sample seemed representative. Large number 105 taking part. High rate of participation. Appropriate use of statistics.

Young et al

(2018) (3) Good quality. Representative sample of PWE with LD. High response rate (77%). Appropriate population. Statistical analysis clear. Replicable.
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Data range of all papers collected was between 2001 and 2018; and papers were published
between 2006 and 2018. Ten were conducted in the UK, one in Australia, one in the US, two in
Canada and the US, one in Canada, Australia and the UK, one in Norway and one in Italy. Four
studies elicited the views of PWE and their families, and six studies focused on the views of

clinicians, one study focused on bereaved families (see figure 2).

PWE and families/carers
pwe .
Other NN
Families NN
|
]
]
|

Clinician-specialist

Participant Group

Clinician-nonspecialis...
Clinician-neurologist

Bereaved families

o
=
N
w
N
w
o
~N

Number of studies

Figure 2. Participant groups in different studies.

There was limited consideration of how gender, ethnicity or age might affect communication. Five
papers commented that men were generally considered at higher risk but none discussed this in
relation to how communication might be adapted. One paper considered age, gender, duration of
epilepsy, level of education and employment as variables that might affect preference for discussions,

finding none of these significant predictors.
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There was diversity of methods (figure 3). Four studies compared risk communication
between groups, such as using checklists (n=3), or reported discussions of risk (n=1). Two studies
were case note reviews. Twelve studies included less than 50 participants, two studies included

between 50 and 200 participants, and three studies included over 200 participants.

B Case Notes B Semi-Structured Interview ™ Questionnare

M Focus Group B Repeated measures

Figure 2. Methods used in the studies.

Recommendations about how to communicate risk

The papers are summarised in Table five. Papers were identified based on whether they offered
guidance on how to hold conversations about risk with PWE. However, 15 of the 17 papers focused
on SUDEP, suggesting a large gap in the literature. None of the papers focused directly on how to
communicate about risk. We found limited elaboration around the individual differences that might

affect whether, when or how to hold risk conversations; instead papers just reminded clinicians to
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consider individual differences.  Extracted recommendations that might guide clinicians in how and

whether to hold risk discussions with PWE are summarised in table six.
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Table 5

Data extraction from all studies.

Title

Aims to:

Data Collected

Participants

Analysis

Key Findings

Recommendations/ implications

Mohanraj et al,

2006

4

Analyse mortality data for
patients with newly
diagnosed and chronic
epilepsy who were referred
to a single adult service

over a 20-year period

Present the experiences of
neurologists in discussing

SUDEP with PWE.

Related
measures. PWE
were assessed
for mortality
risk on the basis
of response to

treatment.

Questionnaires
to all practicing
neurologists

listed on the

Group 1: 890 newly

diagnosed PWE;

Group 2: 2689 PWE with
chronic epilepsy and poor

seizure control.

Compared with age and

sex matched controls.

387 questionnaires (of 738
sent). Represents 82% of
consultant body.

63 were specialist

Keplan-meier
survival curves
were plotted for
the 2 groups and
controls. Chi-
squared test was
used to compare
observed and

expected deaths.

Chi squared test
and qualitative

analysis.

There were 93 deaths in the newly diagnosed
group compared to 64 in age and sex matched
controls (p=0.0007). All excess mortality
occurred in patients who did not achieve seizure
freedom with treatment. In the chronic group
there was more than double the expected number
of deaths and incidence of SUDEP compared to
newly diagnosed PWE, this being higher for

those under 30 yrs. of age.

4.7% discussed SUDEP with all PWE. Years of
experience, or level or registration
(registrar/neurologist) had no effect. Those with

a special interest in epilepsy were more likely to

Routine discussion of mortality at the time of
diagnosis not necessary, especially if this does not
affect the management of the epilepsy.

Epilepsy risks and mortality should be discussed with
PWE who choose not to use AED's, and those who

haven’t achieved seizure freedom.

The majority of neurologists are not following the
NICE guidelines.

Practice effect may make it easier to discuss SUDEP.
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Examine what, when and
how information about
SUDERP is disseminated to
patients by clinical nurse
specialists in epilepsy

(CNSEs)

British
neurologist’s
database.
Asked about the
circumstances
surrounding
discussions
about SUDEP
and PWE’s

reactions.

Postal
Questionnaires
from ESNA

members.

registrars. Remainder were
from specialist epilepsy

clinics.

146 responses (from 250 Descriptive of

sent). 43 excluded as responses.
respondents were not

CNSE. Time in role ranged

from 8 months to 21 years

17

discuss SUDEP. Those discussing SUDEP
routinely reported less negative reactions from

PWE.

6% discussed SUDEP with all patients. 48%
stated risk discussions were prompted by
discussions of risk factors (e.g. alcohol
consumption. Length of service had no

significant effect.

Most discuss SUDEP over the telephone (42%).

62% reported an increase in medication
adherence following SUDEP discussions, and

subsequent avoidance of risk factors (62%).

NICE give little guidance on how, when and whom to

discuss SUDEP with. Epilepsy.

Risks should be contextualised, e.g. likelihood of
SUDEP compared to getting hit by a car.

NICE guidelines deny the "right not to know".

CNSE do not discuss risk with all patients. SUDEP
discussions need to be addressed carefully, balancing
the negative effects of fear in patients, with the
benefits of raising awareness. Timing of discussion

should be individually determined.
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Vegni et al,

2011

Waddell et al,

2013

Freidman et al,

2014

Explore whether Italian Questionnaire.
Physicians interested in

epilepsy believe that they

should discuss SUDEP

with patients and or their

families or not

Conduct an audit of current 5 yr. case note

practices of discussing analysis.
SUDEP with PWE at a

specialist epilepsy clinic.

Examine SUDEP Online
discussion practices among  questionnaire-
neurologists in the U.S and  based study.

Canada.

Recruited through the
Italian association against
epilepsy (LICE). 195
responses. 49.5% were
male. Mean age 45;

average practice years 21.

All patients who attended a
specialist epilepsy clinic,
and those who had
experienced at least 2
unprovoked seizures were
included, producing 345
case notes. Mean age 41

yrs. 50.7% were male.

117, 558 people invited by
email. Self-selected if
they: were a neurologist
who devoted >5% of their

time to clinical care and

Chi squared test

& content

analysis

Descriptive
statistics and
fishers 2 tailed
test for
comparisons
between risk

factor groups.

A composite
knowledge
score was
determined by

subtracting the
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28% of believed that SUDEP should be

discussed with most patients. Most believed that

PWE be emotional or have a negative reaction
(73%).

Physicians may decide to give risk information
based on the patients themselves or for non-

clinical reasons such as ethical issues.

SUDERP is not discussed with all patients. Those

with ongoing GTCS and drug resistant seizures

were more likely to be informed. There was a

trend towards discussing SUDEP with those non-

compliant with medication.

82% had incomplete knowledge about SUDEP.
26.1% encountered at least one case of SUDEP
in the past 24 months. 6.8% of neurologists

discussed SUDEP with all patients.

More research is needed for in-depth understanding.
Physicians may disclose risk more often if they have
treated someone with SUDEP or following ethical

discussions.

An honest and frank debate is required between
clinicians, patient advocacy groups and those
involved in developing guidelines to allow one to
reconcile the disparity between guidelines and

clinical practice in regard to SUDEP.

SUDEP conversations can be framed to minimise
distress. Neurologists with more experience and
diverse caseloads report less perceived distress to
SUDEP discussion. Guidance is needed regarding the

best approach to SUDEP discussions for neurologists.



Miller et al,

2014

Describe the practices of
epileptologists,
neurologists and advanced
practice nurses (APNs)
regarding discussing
SUDEP with their patients,
and their rationales for

discussing SUDEP

Two focus
groups: one
with
epileptologists
and
neurologists;

one with APN's.

EPILEPSY RISK COMMUNICATION

had completed post-grad

training.

200 completed surveys.
76% adult neurologists;
33% additional training in
epilepsy or
neurophysiology. 43%

saw 100 PWE annually.

19 epileptologists, 16
neurologists and 8 APNs.
All areas of central

America were represented

number of
incorrect
identified risk
factors from
correctly
identified
factors &
multivariate
logistic

regression.

Themes were
inductively

developed.

19

Epilepsy training, years in practice, having over
100 patients annually and having a case of

SUDEP increased the likelihood of discussion.

62% discussed SUDEP when patients were ‘high
risk’. Risk level and additional training was
associated with an increased risk of a perceived
negative response to SUDEP discussion

(p=0.038).

Themes:

1. Reasons for discussing SUDEP: Practical
accountability; Moral accountability, proactivity
and reactivity, and for nurses only — patient

advocacy.

2. Reasons for not discussing SUDEP: to wait for
a rapport to be established, being morally
accountable, and being out of options.

3. Ways in which SUDE should be discussed:

face to face discussion were common with

A standardised approach to discussing SUDEP is
needed to facilitate clinicians, and overcome fears

that discussions will cause harm, and have no benefit.

Decisions not to disclose might not be patient

centred.

Clinicians should involve PWE in decision making.
The next step is to provide a practical guide for
discussing SUDEP. SUDEP education should be a

component of epilepsy care.
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Ross et al, 2015 Evaluate current clinical
practice and determine
whether there had been a
change in frequency of

SUDEP discussion

following prior audit.

Xuetal, 2015 Evaluate awareness and
perspectives on SUDEP

among adult PWE

A retrospective

case note
review of a

single service.

Questionnaire.

392 patients were
reviewed, 240 case notes
were available for review
from PWE attending a
specialist clinic. 27 new
referrals. 213 return
patients.

46% were males. Mean age

36yrs.

40 males a 65 females took
part in the study, mean age

of 41 yrs.

Descriptive
statistics and
comparisons
between risk
factor groups
using fisher’s

two-tailed test.

Multivariate
logistic
regression
explored the
variables among
patients
associated with
their awareness

of SUDEP and
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written materials; requirement for standardised

protocols that can be adapted to individuals.

SUDEP discussions were documented in 67% of
new referrals, 30% of return patients.

These included by neurologists with a specialist
epilepsy interest (40%), 30% with epilepsy
nurses, 17.4% with GPs. PWE with GTC's were
more frequently informed of risks; PWE for
longer than 15yrs, drug resistant seizures and LD

were less frequently informed.

62% of PWE wished to know all information.

32% wanted a reasonable amount.

52% thought epilepsy was not associated with

higher risk of death.

14% had heard about SUDEP before the study.

89% of participants wished to be informed about

SUDERP, preferably by their neurologist.

An inverse relationship between those at greatest risk
and those most likely to be informed might reflect
perceived difficulties in discussing SUDEP where it
seems there are no therapeutic options left to cover.
A tailored discussion in clinic with discussion of risk-

reducing strategies will be a positive intervention.

The authors encourage health professionals and
policy makers to incorporate SUDEP discussions in
regular practice and as a quality measure of clinical

practice.
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RamachandranN  Understand the range of

air and Jack, adult patients' views on
2016 discussing SUDEP with
PWE; clarify the optimal

timing and formulation of

information.

Telephone semi
structured
interviews. 1

focus group.

23 PWE (7 males and 16
females) recruited through
an adult neurology clinic
and a community epilepsy
agency. Aged 18-65,

median, 33.

19 participated in
interviews. 4 in focus

group.

willingness to
be informed of

this.

Directed content

analysis

21

10 (43%) had heard about SUDEP previously; 2
learned through the internet, 4 through the
community epilepsy agency, 3 from their
neurologist, and one from their mother.

All agreed SUDEP should be discussed at the
diagnosis. 3 felt SUDEP disclosure should be
individually decided. 19 considered there may
be negative effects, such as anxiety.
Neurologist rather than the emergency

department, best person to inform.

No participants correctly explained meaning of
SUDEP, even when leaflet given. 50% of PWE

felt anxious upon learning about SUDEP, short

lasting. Some reported then increasing adherence

to their medication.

Face to face discussion of SUDEP with the
neurologist important. Written information
beneficial. Content should include an estimate of
individual risk, emphasis on actual prevalence and

preventative strategies.
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RamachandranN
air, Jack and

Strohm, 2016

Understand the
experiences of relatives of
individuals whose deaths
were identified as SUDEP
and to explore their
preferences regarding

SUDEP counselling.

In depth semi-
structured

interviews

Stratified purposeful
sampling: people over 18
bereaved by SUDEP.

27 participants, 21 females
and 6 males. 4 were
siblings, 5 were spouses

and 18 were parents.

Thematic
analysis using
categories from
the
questionnaire
and emergent

categories.
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1. Experiences at the time of SUDEP: all

experienced shock and guilt.

Neurologists should inform patients SUDEP.

Optimal timing decided case by case.

2. Awareness of SUDEP: families could . X .
Deliver information face to face at first or second

accurately define SUDEP, most drawing parallel o . . .
visit. Give printed material.

between SUDEP and SIDS. Only 9 participants

Content should include realistic risk appraisal.
knew about SUDEP before the cause of death.

Many were angry not to have known carlier, Emphasise preventative strategies.
feeling there could have been preventative steps.
Awareness of SUDEP after death was valued,
giving "peace of mind".

3. Whether to discuss SUDEP: SUDEP
education was overwhelmingly valued, especially
for those with specific risk factors. PWE stated it
was their right to know about their condition.
Possible negative effects included making people
over protective of the PWE.

4. Information should be provided by the
patient’s neurologist shortly after or at the time
of diagnosis.

5. Content of the SUDEP discussion: include an

explanation of SUDEP; associated risk factors



Shankar et al,
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Compare the 17 risk
factors to cases of SUDEP
deaths, and those living
with epilepsy to determine
how strongly these factors
are associated with SUDEP

risk

Comparison of
risk factors as
identified using
the SUDEP and
seizure safety
checklist were
compared
between live
samples and
people who had
died from
Epilepsy related

deaths.

43 SUDEP deaths of 93
Epilepsy deaths occurred
between 2004 and 2012.
The coroner’s notes were
used and compared with
the medical notes from 220

live PWE.

Groups were
compared and

relative risk

factors ranked.

23

and preventative methods. Note the rarity of

SUDEP.

9 (of 17) risk factors differed significantly
between groups. 2 were not modifiable (duration
of epilepsy and GTC's). 7 modifiable risk factors

were identified and ranked.

The study supports the use of an evidences-based
checklist to discuss potentially modifiable risk factors

with patients
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Louik et al, 2017

Nisbet et al,

2017

Examine attitudes towards
SUDEP discussion among

family members

To explore the experiences
of neurologists in Scotland
when discussing SUDEP

with the patients.

Semi-structured
telephone
interviews
about
experiences of
SUDEP

discussions.

Qualitative
individual

interviews

138 family members
enrolled on the North
American SUDEP
Registry. 79% were
conducted with at least one
parent, 10% with widower
and 10% with offspring
and 40% with another next

of kin or carers

6 consultant neurologists

and 4 registrar doctors

participated in the research.

Regression
analysis to
identify
predictors of
SUDEP
awareness.
Factors
included: year
of death, status

epilepticus,

GTCS and age.

Thematic

analysis.
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18.1% recall having discussed SUDEP, initiated
by the neurologist in 44% of these cases. 72%
appreciated this discussion, 24% were unsure.
For those who did not recall a SUDEP discussion
72.3% wish they had, 10% did not and 17% were

unsure.

Common themes they wanted discussed

included: incidence of SUDEP, general SUDEP
information, importance of AED adherence. No
significance was found for factors increasing the

likelihood of SUDEP discussion.

Themes:

1) The SUDEP protocol: Clinicians engage in 2
types of SUDEP discussion — with PWE who are
newly diagnosed, and uncontrolled. For those
with uncontrolled seizures it was used to
emphasise the risk and encourage AED
adherence. SUDEP was not discussed if the PWE
appeared to be distressed or anxious.

2) Diffusion of the FAI- The Fatal Accident

Frequency of SUDEP discussion may not be
increasing, contrary to other research. Research
should examine why people might not want to learn
about SUDEP and whether SUDEP education can
mitigate risk factors such as AED adherence.
Healthcare should discuss SUDEP when caring for

PWE rather than after the person has died.

The FAI in Scotland has increased SUDEP discussion

by highlighting possible medico-legal implications.
Future studies should quantify behaviour changes
post SUDEP discussion, as this might facilitate

confidence to increase SUDEP conversations.
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Henning et al,

2018

Assess how much
information PWE and their
family members wanted
about epilepsy related risks
and whether this need was
met by health care

professionals.

An online
questionnaire
available
through a
Norwegian
epilepsy

association.

1859 participants.

1183 were PWE.

676 were careers
answering on behalf of

PWE.

Chi squared test
used to analyse
group
differences and
multivariate
logistic
regression used

to determine

25

Inquiry (specific to Scotland) heavily influenced
how clinicians’ emphasis on SUDEP discussions
although there were some mixed feelings.

3) Breaking good news- there were mixed feeling
surrounding discussing SUDEP.

4) Falsely anticipating distress- Clinicians
believed they were likely to cause distress and
anxiety by discussing SUDEP. Many being
surprised when PWE react calmly.

5) Pressure hinders effective communication-
Clinicians report that the requirement to discuss
SUDEP sometimes inhibited their ability to do it

well, due to time pressure.

90% wanted information about risks and
premature death. Having generalised tonic clonic
seizures was associated with wanting information
about the death risk (p=0.001). Male gender,
younger ages and aetiology of epilepsy were
significant factors for having been told about
SUDEP. 14% of patients felt they had been well

informed.

There is a gap between what the patients want to

know and what they are told by healthcare providers.
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Determine whether the
introduction of a risk
communication checklist
in an epilepsy clinic leads
to a reduction in individual
SUDEP epilepsy mortality

risk factors.

Repeated
measures.
Assessment of
risk using a
checklist was
conducted twice
as part of
routine care in a
specialist
epilepsy clinic,

one year apart.

130 consecutive
individuals from the
neurology clinic and 129
from the ID clinic. The
second application 91 and
93 individuals,

respectively.

26

factors that may
predict a wish to
be given more
information, or
people being
given more
information
about increased

risk.

Paired t-test to Overall reduction in mean risk score for the

compare general population (p=0.049) but not for the ID
groups. population (who had received risk information on
numerous occasions previously).

There was a risk reduction in the top 25% in both

patient groups (p=<0.001).

Safety advice had direct implications for reducing
risk factors.

The introduction of a safety Checklists supported.
Policy might promote use of health promotional
checklists in epilepsy to reduce morbidity and

mortality.



Young et al,

2018

Assess whether PWE and
their families or support
workers were SUDEP
aware and could recall
discussions about SUDEP
risk and the role of

nocturnal surveillance.

Questionnaire.

EPILEPSY RISK COMMUNICATION

121 responses from PWE
with LD under active
follow up in July 2017.
75% were living in a

residential setting

Fisher’s exact
test was used to
establish
differences
between those
PWE living
family or in a
residential

setting.

27

PWE with ID placed in a residential setting are
more likely to not have person centred risk
advice implemented compared to those in a
family setting. Those in the family setting were
more likely to recall the SUDEP discussion
(65%) compared to those in the residential setting

(39) (p=0.006).

PWE with ID should be offered nocturnal monitoring

to help recognise previously unknown events.

Structured communication tools might help to reduce
risk.
Risk discussions need to be repeated and tailored to

match the PWE.

A cost-effective intervention could be developing an
electronic learning module for professions working

with PWE with LD.
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Table 6:
Guidance around how to communicate with PWE about epilepsy risk and risk factors
Guidance Paper
Timing and 1. Evaluate whether the clinician has the right experience to 50
frequency of engage in discussions 42
communications
2. Evaluate the risk of harm or distress in the PWE, for 24
example it might not be appropriate to hold conversations 51
at the time of diagnosis 46
3. Conversations should be held as early as possible 47,45, 35
4. The timing of conversations should be individually 50, 3,43
evaluated
5. Conversations should occur at least yearly, more 4,3
frequently if there are risks, including where people are at
low risk, or have an intellectual disability.
6. The clinician might also ask PWE whether they want to 42
discuss risk.
Method of 7.  Full information should be provided to PWE and their 49,52
communication families.
8. People may prefer to be informed by a neurologist. 49,52, 35
9. There should be more than one method of communication 45
about risk (online, printed, and verbal).
10. Having a policy that clinicians must discuss risk and 44
ensure that people are better informed and overcome
anxieties from the clinician
Content of 11. Conversations should be framed in a manner acceptable 48
communication to a person with epilepsy
12. More experienced clinicians should deliver discussions 48, 42
13. Acknowledge both the anxiety of the person with 50, 2
epilepsy and the benefits of increased awareness.
14. Normalise the risk of SUDEP / be realistic with actual 42, 35, 45
prevalence and preventative strategies
15. Checklists can help to guide risk discussions 25,27
3

Timing and frequency of communication

Whether to hold discussions:-
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Despite risk communication being considered important, it remains infrequent or ineffective
(47 (US, Canada); 50 (UK); 42 (UK)). The clinician’s direct experience of epilepsy and SUDEP (50
(UK); 42(UK)) and whether they had a specialist interest in epilepsy (46, UK) are important
determinants of whether risk is discussed. Communication was also affected by the clinician’s
experience of SUDEP (43, Italy). Avoidance of harm to the PWE was the main rationale for not
discussing risk (24, US; 43, Italy). It was found in a study that many clinicians still do not believe that
SUDEP or other mortality issues should be discussed with PWE (43, Italy). Some consider telling
people who are newly diagnosed or who have good seizure control as “lower risk”, thus believing
they may cause distress for no reason (51, UK). However, focusing on the experiences of PWE of
risk discussions, found that people feel anxious in the short term but then reassured along with an
association with subsequent increase in medication use (35). Other studies report that over 90% of
PWE wanted to be informed of most if not all information through communication with their clinician
(49 (Norway); 52 (Australia)). Of the 12 papers considering whether a conversation is valid, Ten
supported the position that conversations should be held while two provided more balanced positions,
acknowledging that the clinician is best placed to make the ultimate decision, but providing guidance

should they feel it clinically appropriate.
Timing:-

Seven of the 17 papers considered the timing of risk discussions. Louik et al (47, US and
Canada) examined the experiences of bereaved families, and their concern that SUDEP should have
been discussed with carers prior to death. Of 12 survey and interview studies of PWE, families and
clinicians, three postulated that the timing of discussions should be individually evaluated (50 (UK); 3
(UK), 43 (Italy)), but how to do so was not detailed. Two questioned the appropriateness of
informing on risk at the time of initial diagnosis (51 (UK); 24 (US)). Three suggested conversations
should occur at the first or second clinical meetings (47 (Canada and US); 45 (UK, Australia,

Canada); 35 (UK). The remainder did not comment on timing.
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Frequency of communication :-

Waddell, McCool, Turner, Norman, Coker, White et al. (2, UK) found that SUDEP
conversations were more likely to be held where people are non-compliant with medication.
However, despite the emphasis on high risk people being more informed, a study by Ross et al. (46)
suggested that those who had had epilepsy for longer than 15 years, had drug resistant epilepsy and/or

Learning Disability, were less likely to have been informed.

Ross et al. (46) also found an increase of case note documented discussions from 4% in 2009,
to 31% of all referrals a year later, where 240 of 314 were available for the second audit. Young et al
(3, UK) observed that it may be important to repeat discussions to ensure awareness and

understanding, particularly for those with ID living in a care setting, or with less recent diagnosis.

Notably, the literature extracted was only that which focused on how to hold conversations.
Although the evidence appears to be increasing in support of PWE being informed of risk, one paper

discussed the PWE’s right not to know (42, UK).

Method of communication

Method of communication :-

Six studies (52 (Australia)); 35 (UK); 45 (UK, Australia, Canada); Ross et al., 2015 (UK); 47
(US and Canada); 49 (Norway)) focused on the views of PWE and their families directly. Over 90%
of people wanted to be informed of most if not all information (49 (Norway); 52 (Australia)). All
studies suggested that they would prefer to be informed face-to-face by an epilepsy specialist.

Additional written (35; 45) or electronic material (3 (UK)) might also be helpful.

Protocols: -
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Nisbet, Turbull, Mulhern & Razvi (44, UK) evaluated the use of a protocol requiring
clinicians to discuss SUDEP with PWE. Based on interviews of six neurologists and four senior
medical trainees working in a neurology service, they found that pressure to discuss SUDEP created
considerable anxiety in clinicians, who in turn believed this would create anxiety in PWE. PWE in
fact responded calmly. Clinicians found the pressure of a forced conversation inhibited risk

discussions.

Content of communication
Various points were made about the content of conversations.
Reducing distress:-

Friedman and colleagues (48) conducted a survey of US neurologists (n=1200), which
suggested that conversation should be framed appropriately for the PWE who is the focus, which can
then reduce levels of distress. Clinicians experienced in delivering these discussions, particularly
those who had seen PWE for longer, seen more of them, and had more years since qualifying were
more confident in reducing distress. However, a demand for further education for clinicians and PWE
and care givers was also identified. Morton et al (42) also found experienced clinicians described

feeling more at ease in discussing risks.
Balancing anxiety with risk reduction discussion:-

Following their study of 146 members of the Epilepsy Nurses Association, UK, Lewis et al
(50) found that nurses felt that although it can be anxiety provoking, risk conversations increased
adherence to medication, and 41% stated that it enhanced quality of life for people. Guidance was
unclear from findings, but the authors argue that clinicians must balance too much information control
with the potential benefits of awareness. They also found that nurses preferred face to face

communications, however, 36% (n=37) of risk conversations were held in nurse led clinics; 27%



EPILEPSY RISK COMMUNICATION 32

(n=28) in a ward setting; and 36% (n=37) over the phone as these were opportunities where risk arose

1n conversation.
Normalising the risk discussion: -

Morton et al (42, UK) suggest that normalising the risk of SUDEP is also important, for
example, by highlighting that it is less common than being hit by a car. RamachandranNair et al (35,
UK) and RamachandranNair and Jack (45, UK, Australia, Canada) also support this approach, stating
that there should be a realistic appraisal of risk with the emphasis on the actual prevalence and

preventative strategies.
Checklists: -

Discussions can also be supported by checklists (25; 4, UK), which can improve the safety for

PWE (4; 3, UK).

Discussion.

This paper was designed to extract guidance from the literature around how to communicate risk with
PWE, offering additional information for clinicians to draw on in Epilepsy management. How this is
appropriately applied will be determined by the clinical judgement of practitioners. However, the
complexity of language and interaction deserves careful consideration to enable collaborative care

with PWE. In the introduction, two barriers to communications about risk were identified.
1. The lack of guidelines for how to hold clinical conversations about risk.

This paper extracted from the literature the extent of current guidance on how to hold
conversations about epilepsy risks and risk factors with PWE. Findings included: that initiating
communications should be moderated on an individual basis, but should generally be held early on,

and frequently; preferred methods of communication are face to face with a neurologist; and content



EPILEPSY RISK COMMUNICATION 33

of communications should be such that information is framed in an acceptable manner and that risk is
communicated, but also normalised. This guidance might provide some direction for clinicians, and

improve confidence in holding clinical conversations about risk.
2. Ethics of risk communication

All four studies that represented views of PWE and their families found they want increased
communication, where those focusing on clinicians’ views (six) were more reserved. The gap seems
to be around concern from clinicians about creating more distress than is required. This review
identified some methods of reducing anxiety, for example being realistic around effects of risk and
normalising the risk of SUDEP; acknowledging anxiety and benefits of awareness; framing
conversations appropriately for each individual, and having experienced clinicians available to
support discussions. There is also disagreement where PWE recommend conversations are held as
early as possible, and neurologists urging caution following recent diagnosis. Lessons might be learnt
from areas such as oncology where discussion of person-centred risk and mortality is common
practice. Pino and colleagues (1) discuss the importance of learning from the observation of how
experienced clinicians interact in order to enhance communication, for example including ‘elaboration
solicitations’ in interactions in order to encourage PWE to discuss their end of life concerns, in a way
that does not increase anxiety. Observation of experienced epilpetologists to better understand how

they work, in order to offer guidance for other professionals would be similarly advantageous.

The reservation evident in practice recommendations may stem from the different participants
involved in studies. Six studies focused on the clinician’s views (48; 50; 24; 42; 44 and 43), and four
on PWE and their families (47; 49; 45; 35; 52). However, this reflected a higher number of PWE and
their families (n= 6,641) than clinicians (n=1638), one study being of (n=1200) people in Norway
(49), and one not stating participant number just 5 focus groups (24). The remaining 7 studies
included researcher driven analyses of clinical notes (2); and comparative group studies (5), again

testing researcher driven theories, rather than emergent from the views of PWE and their families.
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Capture of discussion between clinicians and PWE would be beneficial. Further, clinician’s have
responsibility for care, making caution appropriate. There is emerging evidence of the benefits of
communication (3) but the long term effects on risk management are not yet fully explored. Further,
as expected, where there was caution from clinicians, the papers spent time discussing how to over

come conversation difficulties, which seems to be a gap (e.g. 42, 43, 25, 4, 3, 50).

Solutions: -

The future development of guidelines may require nuancing with different stages of
conversation. It may be appropriate to discuss the type of information that people wish to be
informed of, prior to any discussion about risk. This is based on Morton et al’s reminder that PWE
and their families also have the ‘the right not to know’ (42). This might be part of promoting a
psychologically aware approach, considering the wider effects for people’s lifestyle and relationships
(53), moving beyond medication compliance as the main rationale for engaging with discussions.
Services might engage both neurologists and clinical specialists, and PWE and their families in
consultation groups to design how best to deliver information, so that the concerns of all stakeholders

are represented.

Finally, in terms of communication ethics, the broader social media context should be
considered. Whether or not clinicians feel comfortable holding conversations, information is
available from other sources such as the media and the internet. The quality of this information is
variable, and frequently not designed to support the management of anxiety. PWE can experience this
in uncontained ways (3; 35). They may or may not then raise these discussions with clinicians, and
we propose that further research may be conducted to examine the effects of internet information and
how this influences PWE. A cautious approach may be preferable, enabling PWE to receive accurate

information from a supportive clinician who can refer to relevant support services if required.

Evidence base critique:-
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The evidence for guidance extracted here was limited. Studies have not considered directly
how communication works, and most research focuses specifically on communication about SUDEP,
rather than other epilepsy risks, such as: such as self-injury, problems with driving, overdose of
medication, under-dosing of medication, drug interactions, ongoing seizures, status epilepticus, nor
other risks associated with the clinical management of epilepsy. A greater amount of research around

communication is required that covers these areas.

Methods and samples were heterogeneous. This heterogeneity captured the views of multiple
stakeholders, including neurologists, non-specialist doctors, specialist nurses, PWE, their families,
and bereaved families. However, the lack of homogenous studies meant that a meta-analysis or
synthesis was not viable, thus reducing analytic power. There was unequal distribution (four studies
examined PWE: six studies, clinicians; representing a total of 6,641:1638 participants). There was
also no consideration of how PWE’s nor clinician’s individual differences, such as gender, ethnicity,
learning disability, age or other demographics, beyond experience of epilepsy, may affect

communication, which future research may address.

Methods also varied. Views elicited from PWE were mainly from interviews (3) and one
survey. Clinicians were included in four surveys, one interview and one focus group design, so
overall with less opportunity for elaboration by clinicians. These surveys were also used to identify
predictors of whether conversations were held. Three studies compared groups to test directly for
causative relationships. These focused on the use of predesigned checklists (4) and showed evidence
of significant improvement in awareness of risk and reduction of risk factors where communication
about risk used this structured method. Thus, most guidelines and postulated consequences were
based on neurologist perspectives, rather than those of PWE and families, such as that conversations
appear to mediate AED adherence, despite there currently being limited evidence for this (47). There

was less opportunity for clinicians to elaborate their responses given the survey methods, though this
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enabled larger participant numbers. Direct observation of skilled clinicians was also missing, hence

people actually engage in risk discussions is not yet well understood.

Seven quantitate surveys were conducted, with Three studies including more than 50 participants and
Two more than 200. This seems to offer reasonable confidence in generalisation of findings. These
were conducted mostly in the UK (6) and one in Norway, potentially not capturing international
variation. All studies, apart from the two group comparison studies, drew on retrospective reports
from clinicians and PWE rather than examining how the communications actually took place. Group
comparison studies can raise ethical issues, as trials cannot be run where communication is withheld.
Alternatively, future research might focus more directly on clinical conversations, following the
substantial rise in the use of Conversation Analysis to explore how communication works in practice
(54). Analysing clinical conversations might enable the identification of best practice for clinicians in
engaging people with risk discussions, and provide a helpful method for training clinicians (55).
Experienced clinicians seem better able to discuss risk (42; 48), but it is not yet known how they do

this, which could be identified and then trained more widely.

Strengths and Limitations of the review

This review was limited by the low number of published papers available that comment on how
clinical communication about risk might be achieved (only 17, with no limiters, all published between
2001 and 2018). None of these papers directly addressed the question of how to have clinical
conversations about risk. Six papers focused on the frequency of SUDEP conversations, four on
evaluating clinical practices, three on SUDEP awareness, two on use of the safety checklist and one
on mortality rates, and one more generally on discussion content. All guidance was extracted from
brief mentions of recommendations in the discussion section, not direct empirical data. We argue this

is a gap that future research should address.
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There were limited inductive studies that might identify new insights for practice. Of those
qualitative inductive studies, there was diversity in how themes were extracted, some being driven by

the questions asked, again limiting the inductive nature of the research.

Risk discussions with PWE are a complex issue and clinicians will need to make their own
best judgement about engaging in them. A research focus on communication in epilepsy contexts
may reveal better communication methods, facilitating future collaboration and engagement with

people in managing their epilepsy.

Conclusion.

There is frequent reference to the limited guidelines provided by NICE or the AAN, about
how, when and whom to discuss SUDEP and epilepsy risk with. This paper revealed the limited
research available around how conversations with PWE about risk might best be held. It is the first
paper to summarise the available guidance, taking a step towards better understanding how
conversations about risk with PWE might be held, which has not yet been directly addressed. The
guidelines arising here should be used with discretion, as less than optimal empirical evidence is
available. Situations should be considered individually, but in general, conversations about risk
should be held early on. Future research should better integrate the perspectives of clinicians and
PWE, to understand how anxiety on both parts can be overcome. Research should focus directly on
clinical practice, to gain direct insight into how experts manage difficult conversations, in order to
support and inform other clinicians. Focal areas could include: what it is helpful to and say when
conversations are held about risk, how these conversations are received, and where they are best
located in a treatment pathway. Research should explore how different service contexts are relevant
to the delivery of risk discussions. This will enable clearer and more focused guidance, embedded

directly in the experiences of PWE and clinicians, and within the realities of clinical practice.
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evidence link to the review questions and objectives, and
consider the relevance to key groups.
Limitations 20 Discuss the limitations of the scoping review process. 38
Provide a general interpretation of the results with
Conclusions 21 respect to the review questions and objectives, as well = 38-39
as potential implications and/or next steps.
FUNDING
Describe sources of funding for the included sources
Funding 22 of evidence, as well as sources of funding for the 39

scoping review. Describe the role of the funders of the

scoping review.

JBI = Joanna Briggs Institute; PRISMA-ScR = Preferred Reporting Items for Systematic reviews and Meta-Analyses
extension for Scoping Reviews.

* Where sources of evidence (see second footnote) are compiled from, such as bibliographic databases, social media
platforms, and Web sites.

1 A more inclusive/heterogeneous term used to account for the different types of evidence or data sources (e.g.,
quantitative and/or qualitative research, expert opinion, and policy documents) that may be eligible in a scoping
review as opposed to only studies. This is not to be confused with information sources (see first footnote).

I The frameworks by Arksey and O’Malley (6) and Levac and colleagues (7) and the JBI guidance (4, 5) refer to the
process of data extraction in a scoping review as data charting.

§ The process of systematically examining research evidence to assess its validity, results, and relevance before
using it to inform a decision. This term is used for items 12 and 19 instead of "risk of bias" (which is more applicable
to systematic reviews of interventions) to include and acknowledge the various sources of evidence that may be used
in a scoping review (e.g., quantitative and/or qualitative research, expert opinion, and policy document).

From: Tricco AC, Lillie E, Zarin W, O'Brien KK, Colquhoun H, Levac D, et al. PRISMA Extension for Scoping Reviews (PRISMA-
ScR): Checklist and Explanation. Ann Intern Med. ;169:467—-473. doi: 10.7326/M18-0850
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