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ARTICLE INFO ABSTRACT

Am‘c{e history: ) Background: Sudden unexpected death in epilepsy (SUDEP) is a common cause of premature death in
Received 18 April 2024 children and adults with epilepsy. People with epilepsy and their caregivers prefer the risk of SUDEP to
Accepted 4 October 2024 be disclosed by their clinicians; however, few tools exist to support these conversations.

Available online 21 October 2024 Methods: We aimed to (1) characterize SUDEP communication preferences of clinicians and caregivers of

children with epilepsy, and (2) leverage these preferences to develop a conversation guide to support the

Keywords: o discussion of SUDEP risk. We prospectively enrolled caregivers of children with epilepsy, child neurology
(S:SSE‘I:)”“EXDeCtEd death in epilepsy clinicians, and child neurology trainees to participate in virtual focus groups and/or 1:1 interviews.

Communication Results: Content was analyzed and collated into the following four domains: (1) who should participate:
Prevention all participants described that the treating neurologist and/or epileptologist should lead conversations

Risk factors with patients and families. Caregivers preferred that clinicians disclose information about SUDEP to
children only after asking permission. (2) When and where conversations should occur: most participants
felt that the conversation should be discussed at the time of diagnosis and in the outpatient setting, (3)
content to include about SUDEP risk: participants characterized the need to define SUDEP, what is known
and unknown, as well as describe risk factors to reduce an individual child's risk, and (4) barriers and
facilitators to disclosure: barriers included lack of time, limited evidence-based information regarding risk
mitigation, lack of modifiable risk factors, and apprehension of causing undue stress on families. Par-
ticipants shared that written material would help facilitate the discussion.

Conclusions: Caregivers and clinicians emphasized the value of SUDEP risk counseling in the pediatric
clinical setting. Based on these findings, neurologists caring for children with epilepsy should educate
caregivers about SUDEP soon after the initial epilepsy diagnosis in an empathetic manner, revisiting the
conversation longitudinally over time and highlighting actionable steps to mitigate risk. Caregiver and
clinician preferences informed our novel adaptation of the SPIKES protocol for use by pediatric neu-
rologists in the context of SUDEP risk disclosure.

© 2024 Published by Elsevier Inc.

Introduction

Despite advances in epilepsy diagnosis and treatment, people
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without epilepsy.” An important direct cause of mortality is sudden
unexpected death in epilepsy (SUDEP).! The main risk factors are
related to frequency of generalized tonic-clonic seizures (more
frequent = higher risk), setting (sleep = higher risk), seizure type
(generalized tonic-clonic = higher risk), and age of epilepsy onset
(younger age = higher risk). Nocturnal supervision (i.e., having a
bed partner or nighttime monitoring device) is associated with
lower risk. The absolute risk of SUDEP is 1.2 cases per year for every
1000 people with epilepsy, making it second only to stroke in the
number of potential years of life lost due to a neurological condi-
tion.">* Furthermore, rates of SUDEP may be underestimated due
to poor recognition, incomplete death records, and misattributed
causes of mortality.>”

Caregivers of children with epilepsy strongly prefer that clini-
cians initiate upfront and longitudinal discussions about SUDEP,
which is also recommended by the American Academy of
Neurology and American Epilepsy Society.® 'Y Educating caregivers
and patients about SUDEP in the context of risk reduction may
promote medication adherence, reduce medical misinformation,
strengthen the rapport between clinicians and families, and ulti-
mately lead to better health outcomes for people with epilepsy.®-5!!
Despite the potential benefits of SUDEP counseling, neurologists'
current practices diverge from official guidelines and family pref-
erences, with some studies reporting SUDEP counseling incidence
as low as 1% in both adult and pediatric settings.”'? Providers
commonly cite barriers that discourage them from initiating SUDEP
counseling, including a lack of high-quality evidence regarding
prevention, time constraints, fear of exacerbating anxiety in pa-
tients and caregivers, and knowledge and training deficits.5!'*"14
These barriers may be magnified in the pediatric setting, where
clinicians concurrently attend to the differing needs and develop-
mental levels of children with epilepsy and their caregivers.>!>

There are well-established communication tools to help clini-
cians disseminate difficult news to patients and families in a sup-
portive and empathetic manner.'®” One example, the SPIKES
protocol, is a six-step framework that improves patient-provider
communication in multiple clinical settings.”’->?> Each letter rep-
resents a step: S stands for Setting up the interview, P for assessing
the patient's Perception, I for obtaining the patient's Invitation, K
for providing Knowledge, E for Empathetic responses, and S for
Strategy/Summary.'® Clinicians have used SPIKES to deliver infor-
mation when poor prognostic outcomes are likely.'® SUDEP coun-
seling is different, as the conversation centers around a high-stakes
but uncommon event with modifiable risk factors.>* For this
reason, the SPIKES protocol needs to be adapted to effectively
address the communication challenges faced by neurologists when
they disclose the risk of SUDEP to caregivers and/or patients. In this
study, we aimed to (1) characterize the SUDEP communication
preferences of clinicians and caregivers of children with epilepsy
and (2) leverage these preferences to develop a conversation guide
tailored to the discussion of SUDEP risk.

Methods
Participants and recruitment

We prospectively enrolled caregivers of children with epilepsy,
trainee clinicians, and attending physicians who treat people with
epilepsy to participate in focus groups or 1:1 interviews to discuss
best practices in SUDEP risk disclosure. The Duke University Insti-
tutional Review Board approved this study. All participants were
offered compensation of $50 for interview or focus group
completion.

Caregiver inclusion criteria were (1) current or former primary
caregiver of a child diagnosed with epilepsy and (2) currently
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living in the United States. Caregivers were primarily recruited
from an existing cohort of caregivers who participated in a survey
study of SUDEP risk disclosure preferences.”> In this previous
study, participants could opt in to further contact. We invited all
opt-in participants to participate in the present study. Study team
members contacted interested and eligible caregivers with a
living child with epilepsy and provided information about the
focus group and a link to an online form (Qualtrics; Provo, UT,
USA) to sign up for a 90-minute focus group. Two additional
caregivers were recruited for interviews through the Epilepsy
Foundation (Landover, MD, USA).

We considered clinicians for inclusion if they were a current or
former child neurology clinician. Clinicians were recruited through
the Child Neurology Society platform (childneurologysociety.org)
and invited to participate in interviews. Trainees were considered
for inclusion if they were participating in a child neurology resi-
dency training program. Trainees were recruited from the partici-
pants of the 2021 Pellock Resident Seminar on Epilepsy of the Child
Neurology Society conference. Trainees were e-mailed information
about the study and invited to participate in a focus group.

Data collection

In-person and virtual focus groups were recorded by two
encrypted audio recorders. Virtual focus groups were held on Zoom
(San Jose, CA, USA). Audio recordings were transcribed and dei-
dentified. All focus groups were led by a trained facilitator (M.E.L.)
and followed a semistructured focus group guide. Interviews were
semistructured and completed by a trained study team member
(LK.P. and MLE.L.).

Data analysis

The study team consisted of physicians, clinical research staff,
members of nonprofit organizations, and parent advocates, and
includes individuals with expert knowledge in qualitative study
design, qualitative analysis, epilepsy, and neurology. Rapid-cycle
qualitative analysis’* was used to analyze the data after profes-
sional transcription. Domains were prespecified in a data collection
guide, transcripts were summarized, and the summaries were
collated into a matrix to assess key findings (Table 1). Independent
team members (I.K.P.,, K.M., S.B.) summarized each question within
each focus group using the same structured template. Structured
summaries for each question were put into a matrix, and matrix
analysis was used to compare across coders. The study team used
an inductive approach to extract themes from the data and dis-
cussed the themes until we came to consensus. All differences were
resolved and adjudicated by an independent third study team
member (M.E.L.).

Application of the SPIKES framework

Findings from the focus groups and interviews were used to
illustrate how the SPIKES framework can be adapted to guide
SUDEP counseling. Specifically, we integrated all the responses we
received and synthesized them into one of the six subcategories (S-
P-I-K-E-S) of the framework.

Results
Participant characteristics
Eighteen caregivers, eight trainees, and 10 clinicians partici-

pated in focus groups and 1:1 interviews (Tables 2 and 3). Care-
givers were predominantly white (n = 15) and female (n = 17). The
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TABLE 1.
Focus Group Guide and Template for Structured Summaries
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Domain Questions and Probes

Who Who should discuss SUDEP with parents? Who should discuss SUDEP with kids?

What What should be included in conversations about SUDEP risk?

Where What is the appropriate setting for conversations about SUDEP risk?

When When should clinicians discuss SUDEP? How often should conversations about SUDEP be initiated? When is it inappropriate to
discuss SUDEP risk?

How How should clinicians approach conversations about SUDEP? How should clinicians engage children in conversations?

Facilitators What tools could you use to discuss SUDEP with your child's clinician?

Barriers What do you think the barriers are that prevent clinicians from disclosing SUDEP to caregivers?

Training (trainee and clinician groups What training did you receive in communicating about SUDEP?

only)

Abbreviation:
SUDEP = Sudden unexpected death in epilepsy

children of the caregivers had a mean age of 16 years (range: O to
35 years), and most had a high seizure burden, with a mean of 39
seizures per year (range: 1 to >100 seizures). Most children had a
history of nocturnal seizures (n = 14/16, 88%), and over half had a
history of generalized tonic-clonic seizures (n = 11/16, 69%).

Trainees were all in their final year of residency and had a mean
age of 32 years (range: 30 to 37 years). Clinicians had a mean age of
50 years (range: 37 to 77 years), were predominantly white (n = 7/
10, 70%) and female (n = 6/10, 60%), and all currently worked in an
academic setting. Clinicians were in practice for a mean of 17 years
(range: 3 to 46 years), and most were epileptologists (n = 8/10,
80%).

Codes and themes were organized into four domains: (1) who
should participate in conversations, (2) when and where should
conversations occur, (3) content to include in a conversation, and
(4) barriers and facilitators to risk disclosure. Representative quo-
tations are in Table 4.

Who should lead and participate in conversations about SUDEP risk
Caregivers, trainees, and clinicians uniformly agreed that the
treating neurologist and/or epileptologist should be the primary
source of SUDEP risk communication for patients and families. In
caregiver focus groups, some caregivers noted that with prerequi-
site knowledge about SUDEP, other provider types such as social/
case workers, advanced practice providers, and primary care pro-
viders may be appropriate to support or lead conversations. Some
clinicians, however, expressed concern that primary care providers,

TABLE 2.
Caregiver Demographic Characteristics

Mean M (S.D.) Min-Max n (%)

Caregivers (N = 18)

Age (years) 48 (10.81) 31-68

Gender
Woman 17 (93.75)
Man 1(6.25)

Race
White 15 (93.75)
Black or African American 3(6.25)

Ethnicity
Non-Hispanic 12 (75.0)
Hispanic 2(12.5)
Not reported 2(12.5)

Region of residence in the United States
South 9(56.3)
Midwest 3(18.8)
Northeast 3(18.8)
West 1(6.3)

Abbreviations:
Max = Maximum
Min = Minimum
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as well as support staff, may not be trained to facilitate these
conversations.

Viewpoints varied on whether children ought to be included in
conversations about SUDEP risk. Several clinicians and caregivers
felt that older children with the emotional and cognitive maturity
necessary to understand the conversation could benefit from
hearing information about SUDEP risk directly. Caregivers
expressed that even without learning about SUDEP in the clinical
setting, these older children often already have a sense that their
epilepsy comes with risks: “You have to assume that kids are...
already checking things out themselves. Especially now, on the
internet.... I think [my daughter] was already asking those questions
herself, like ‘Am I going to die?”” However, participants had reser-
vations about including younger children and those with cognitive
impairment in SUDEP risk conversations, explaining that they may

TABLE 3.
Trainee and Clinician Demographic Characteristics
Mean M (S.D.) Min-Max n (%)
Trainees (N = 8)
Age (years) 32.38 (2.67) 30-37
Gender
Woman 3(37.5)
Man 5(62.5)
Race
White 4 (50)
Asian 3(37.5)
Prefer not to answer 1(12.5)
Ethnicity
Non-Hispanic 7 (87.5)
Hispanic 1(12.5)
Year in training
PGY5 8 (100)
Clinicians (N = 10)
Age (years) 50.1 (13.88) 37-77
Gender
Woman 6 (60)
Man 4 (40)
Race
White 7 (70)
Asian 2 (20)
Black or African American 1(10)
Ethnicity
Non-Hispanic 10 (100)
Hispanic
Years in practice 17.2 (14.6) 3-46
Specialty
Neurologist 2 (20)
Epileptologist 8 (80)
Abbreviations:

Max = Maximum
Min = Minimum
PGY = Postgraduate year
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TABLE 4.
Themes and Representative Quotations

Who should lead and participate in conversations about SUDEP risk
“I think it should be the diagnosing neurologist or epileptologist. They're the ones that are really giving you that this is epilepsy diagnosis.” —Caregiver
“I think the neurologist is the most logical. Hopefully, they know the most about it, but I think the primary care physician should also, because they might see that person more
often.” —Caregiver
“I think it has to be done on a case by case basis because my son has intellectual and developmental disabilities, so sharing the information with him just wouldn't make sense.”
—Caregiver
“With different family dynamics, who they stay with, if they have multiple caretakers then I think the conversation probably needs to be had with various caretakers the child is
having.” —Trainee
When and where conversations about SUDEP risk should occur
“It's not just what needs to be included but when. What I find in a new diagnosis of epilepsy or recurrent seizures most people shut down pretty fast and don't hear very much
and there's also a phenomenal amount of anxiety so it's not something I'd like to entertain that first visit unless they bring it up.” —Clinician
“Maybe not after the first seizure because everybody can have a seizure if the conditions are just right, but after a child is diagnosed with epilepsy and is taking medication, I do
think this difficult conversation needs to happen.” —Caregiver
“You have to hear it several times in several different ways before it sinks in.” —Caregiver
“It depends on the epilepsy and the patient, so if it, for most benign epilepsies I think it should be talked about as early as possible, but I don't know that you need to keep
reiterating it. As the patient evolves, if they evolve to intractable epilepsy or having nocturnal seizures or have medication compliance issues, I think those are times where it
should be revisited.” —Trainee
Content to include in a conversation about SUDEP risk
“Define SUDEP. Give risks associated with the diagnosis. Communicate ways to minimize SUDEP that are in caregivers control and then give local supports for more information.
For example, Epilepsy Foundation, the medical team.” —Caregiver
“You know, the first thing I'm going to want to know are what are my odds? You know, what are the chances that we're going to be in this percentage, what are we doing, what
are his risk factors, and what can I do to minimize those risks? You know, how do you have a normal life with that constant anxiety of the things that you can't control with just
100% epilepsy anyway, but how do you sleep at night?” —Caregiver
“I think naming it is a big ingredient in the conversation and then also going through what we know to be the risk factors about it and that's to the agency piece. It's not just the
information. It's also the agency and how do I make it actionable for myself, for my kid, for my patient, all of these things and that's where people feel like they have a sense of
control, understanding that this feels like something that feels out of control.” -Clinician
“Let [the family] guide [the conversation]. I think that's a good framework to start. I think the family will open up and ask you any number of questions that you might not have
anticipated, so I think, just feeling comfortable with the material is useful. And also meeting them where they're at and going from there.” -Trainee
Barriers and facilitators to SUDEP risk disclosure
“Even the low-risk conversation and certainly the high-risk conversation risks unearth all kinds of family issues with anxiety and maladaptive coping, and I don't have access to
an army of social workers or psychologists to help those families.” —Clinician
“I think that's probably what stops me from talking about it, is, when I deliver this potentially terrible news that's probably not going to happen, and then there's this whole
uncertainty about it, I think it makes it harder to talk about it, especially in a small time frame.” —Trainee
“Not to take anything away from doctors, cause they're amazing, but I feel like the best information I've gotten has been from parents and other people that have gone through a
somewhat similar situation or had a child with a health condition. I feel like that's where I've gotten most of my good information and most of my support. Maybe any kind of
support material would include you know, some kind of real-life parent experience or some kind of real-life parent contact information, because I don't, those were things I had
to hunt for and were not necessarily just given to me.” —Caregiver
“Even if it's a pamphlet, if [doctors] don't feel comfortable having that conversation themselves, have a pamphlet that you can give the families that maybe has some website
links in there. Here is some more information on this. Here are some websites that you can go to that might explain it better than I can.” -Caregiver

Abbreviation:
SUDEP = Sudden unexpected death in epilepsy

not have the necessary cognitive ability to process the information. engage in ongoing discussion. In contrast, many clinicians and
Some caregivers warned that sharing information about SUDEP in trainees feared that repeated conversations about SUDEP might
the presence of a young child, who may understand words like lead families to experience undue stress and urges to be over-
“die” and “seizure,” but not nuanced information about risk, could protective. Instead, they recommended discussing SUDEP at future

result in significant fear: “....I think if [my son] was in the conver- visits only with changes in risk such as worsening seizures and
sation, he would hear certain key words...but not have the mental medication noncompliance.
ability to understand that and would walk away with, ‘Every time | Although all participants felt that SUDEP could be discussed in
have a seizure, I'm going to die.”” Regardless of a child's age or the inpatient or outpatient setting, most favored the outpatient
cognitive abilities, caregivers shared that families should decide setting. As shared by a caregiver, “I don't think you can wait until you
whether information about SUDEP should be disclosed to their have the perfect setting to give the information.... Ideally it would be
children. part of your regular office visit, but I wouldn't wait. You never know
when you're not going to get another office visit.” Clinicians had
When and where to have conversations about SUDEP risk mixed perspectives on the role of telehealth as a medium to discuss
In caregiver focus groups, most participants felt that the con- SUDEP. Some felt that it would be appropriate to discuss via a

versation surrounding SUDEP risk should occur at the time of telephone call, whereas others felt that this approach would be too
diagnosis: “As parents of a child with seizures, that should be the very impersonal.

first thing that they talk about.... The doctors need to be forthcoming

with information. Education is power and education will save lives.” Content to include in conversations about SUDEP risk

Although clinicians and trainees agreed that SUDEP disclosure Caregivers, trainees, and clinicians agreed about the content to
should occur early, there was some disagreement regarding include in a conversation about SUDEP risk. Counseling should
whether it should be brought up at the time of diagnosis or at a include the definition of SUDEP, known causes, risk factors, and
subsequent visit, after rapport had been established. Many clini- actionable ways to mitigate individuals’ risk. Risk reduction stra-
cians recommended that SUDEP should instead be disclosed at the tegies include medication adherence, regular communication with
second or third visit out of concern that families might be too clinicians, and safe sleep practices. Caregivers additionally

overwhelmed at the time of diagnosis to have the discussion. emphasized the need for clinicians to be transparent about un-
Caregiver focus groups felt that SUDEP should be revisited often, certainties associated with SUDEP and to offer information on
allowing families the chance to ask questions as they arise and seizure monitoring devices.
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Importantly, caregivers recommended that clinicians comple-
ment the disclosure of SUDEP risk with acknowledgement of the
potential emotional distress that may arise, actively helping fam-
ilies process and incorporate information about risk into their daily
lives: “It's not just what can we do to minimize risks. Of course, that's
important. It's also how do we live with this information? What does it
mean for our daily life?” To help manage expectations, caregivers
emphasized the need for clinicians to direct families to informa-
tional resources and peer support, citing the value of organizations
like the Epilepsy Foundation (www.epilepsy.com; Landover, MD,
USA), Child Neurology Foundation (childneurologyfoundation.org),
and Danny Did (dannydid.org; Evanston, IL, USA).

Although caregivers and clinicians described topics that
should be integrated into SUDEP risk disclosures, they also
acknowledged the importance of tailoring these conversations to
the individual caregiver and child. One caregiver expressed the
need to consider the unique values and experiences of families
that may impact communication and understanding, including
religious and cultural beliefs: “[It] is very important that you may
want to consider the cultural backgrounds of the people that you're
working with, [be]cause sometimes there is culture that kind of
dictates how people may respond to a conversation like SUDEP.”
When asked how clinicians might probe for this type of infor-
mation, the caregiver suggested open-ended questions like
“What are your thoughts about your child's epilepsy diagnosis?” or
“Tell me about the way you understand your child's epilepsy
diagnosis.”

Barriers and facilitators to SUDEP risk disclosure

All participants described common barriers to SUDEP risk
disclosure. The fear of imposing undue stress and anxiety on fam-
ilies and patients was a central theme that emerged during focus
groups and interviews. Clinicians and trainees described the
discomfort associated with leading these important, yet emotion-
ally charged conversations: “I hate making families cry, I feel like I do
itallday.... I know that families are going to be thankful that we've had
this conversation, but that still doesn't mean that it’s not an existen-
tially uncomfortable conversation.” They noted how time constraints
further exacerbate their reluctance, as it takes time not only to
disclose the information but also to allow patients and families
room to digest it.

Another barrier noted by clinicians and trainees was the lack
of formal training, related both to the specific context of SUDEP
and more broadly to the provision of emotional support during
serious conversations. As shared by one trainee, “I haven't
received any formal training in SUDEP communication. I don't think
it's come up in our weekly lectures or in cases. I similarly can't think
of a time that I've seen it modeled either.” Even with training,
inherent constraints persist due to the gaps in existing knowl-
edge of SUDEP risk mitigation. As explained by one caregiver, this
uncertainty may discourage certain clinicians from initiating
discussions about SUDEP: “One of the things I think is a real barrier
for doctors, in talking about SUDEP, is the unexplained. In my
experience, doctors don't like to talk about things they don't
understand.”

Participants also identified facilitators of SUDEP risk disclosure
alongside barriers. There was consensus among participants that
written material in the form of handouts could promote effective
discussions about SUDEP. A few caregivers further specified that
having QR codes on the handouts directing them to reputable web
sites would allow for easier access to useful information after visits.
Some clinicians stated that having caregivers and/or patients fill out
previsit surveys assessing their baseline understanding and interest
in learning about SUDEP could provide the context to lead collab-
orative, individualized conversations.
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Discussion

We characterized participant experiences and preferences for
conversations about SUDEP risk. Most parents of children with
epilepsy hope to learn about SUDEP from neurologists, as recom-
mended by the American Academy of Neurology and American
Epilepsy Society.%!%1115:25 Yet, barriers such as lack of training, time
constraints, clinician knowledge deficits, and the fear of exacer-
bating distress often prevent these important conversations from
occurring.'"'%14?% Our findings similarly suggest that clinicians and
caregivers simultaneously find value in neurologists engaging
caregivers in early, transparent conversations about SUDEP risk
while acknowledging common challenges that arise in the clinical
setting. Nearly all participants emphasized the importance of
educating families about known risk factors, actionable steps to
mitigate risk, and treatment adherence. Although interventions
involving triggers in electronic health records have shown prom-
ising results in improving the frequency of SUDEP risk disclosures,
few tools exist to improve the quality of communication.”?”?8 The
SPIKES protocol is a communication framework widely adapted to
help clinicians facilitate difficult conversations in various set-
tings.'®'®19 Here, we outline key findings to support the utility of
adapting the patient-centered, empathy-driven SPIKES protocol to
the SUDEP context (Table 5).1829

Before the start of SUDEP risk disclosure, it is important to
consider the Setting, thinking about who should be present, as well
as when and where the conversation should occur.?> Our data
suggest that the ideal place for the conversation is in the outpatient
setting, when possible, or a telemedicine video visit. The conver-
sation should ideally be led by the neurology clinician who has an
established relationship with the patient. Importantly, both
trainees and experienced clinicians in this cohort highlighted little
to no formal training in how to communicate SUDEP risk. The
importance of training is underscored by recent data suggesting
that physicians with less training are more likely to leave patients
and caregivers dissatisfied after SUDEP disclosure.'”” Taken
together, our findings and the existing literature suggest an op-
portunity for structured communication tools and skills training,
both for trainees and experienced clinicians, that include reaching
primary care clinicians who may serve as the treating clinician in
many settings. Participants also described the benefits of leveraging
the diverse skills of interdisciplinary members of the health care
team in these conversations. Given the emotionally-charged nature
surrounding SUDEP, psychologists and/or social workers can offer
families additional social support and offer resources such as
caregiver support groups.>'83%3! The timing of the conversation
based on our data supported discussion of SUDEP at the time of
diagnosis (or by the end of the second visit/interaction) and the
need to revisit iteratively with changes in risk and/or lack of
attention to modifiable risk factors.

Understanding the caregiver and/or patient's baseline knowl-
edge about SUDEP is the goal of the Perception stage. To do so,
questions should be asked in an open-ended manner to assess
understanding and associated worries surrounding the topic. Some
questions can include: “What have you heard about the risks that can
come with seizures?” and “Have you ever heard of something called
SUDEP? [If yes], Tell me about what you've heard.” By assessing the
understanding of families, clinicians can also gain valuable infor-
mation about any misconceptions that caregivers or patients may
hold about SUDEP, as well as information about their health liter-
acy.>??3 Clinicians can then guide the conversation informed by the
caregiver and/or patient's baseline knowledge.

After exploring the perception of families, clinicians can then
extend an Invitation to further conversation about SUDEP risk. Our
data support encouraging clinicians to explicitly invite caregivers to
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TABLE 5.

SPIKES Framework for Discussing SUDEP With Families
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Step

Goal

Key Points and Example Language

Setting

Perception

Invitation

Knowledge

Empathy

Summarize

Set the stage for a collaborative discussion by preparing a comfortable,
private space and ensuring that all parties whom the patient wishes to
involve are present.

Assess the caregiver and/or patient's baseline knowledge about SUDEP
using open-ended inquiry.

Ask caregivers and/or patients directly about how much and what kind
of information will be helpful to them. If a child is present, ask
permission before proceeding with the conversation.

Share your knowledge about SUDEP in a clear, direct, and
comprehensive manner.

Acknowledge and respond to caregiver and patient emotions.

Summarize the information that has been presented using lay language
and present a plan for next steps, including referrals to further
resources.

Introduce SUDEP in the outpatient setting when possible, either in
person or via a face-to-face telemedicine visit
Ensure that a neurology and/or primary care clinician with whom the
caregiver and patient have an established, trusting relationship with
leads the conversation when possible.
Turn off pagers to vibrate and hold nonemergent calls
Discuss SUDEP at the time of diagnosis and revisit iteratively with
changes in risk
Integrate SUDEP risk disclosure into the broader discussion of
epilepsy risks
Attend to the developmental age and stage of child
Demonstrate active listening skills, centering your attention on the
needs of the patient
“What worries do you have about your child's epilepsy diagnosis?”
“What have you heard about the risks that can come along with
seizures?”
“Have you ever heard of something called SUDEP? [If yes], Tell me about
what you've heard.”
“Some parents prefer to have conversations about serious risks of seizures
without their child present; others prefer to include their child in these
conversations. Which do you prefer?”
“Would you like to learn more about your child's risk of SUDEP?”
“Is it ok if we discuss SUDEP today?”
Provide information about SUDEP in direct terms
Deliver information in small segments, allowing caregivers and/or
patients time to process
Use simple, nonmedical language matching the caregiver's and/or
patient's education level(s)
Conversations about SUDEP
information:
o Definition: “SUDEP is the sudden unexpected death of a person or
child with epilepsy. We do not yet know the cause of SUDEP, but we do
know that SUDEP happens most often at night. SUDEP in children is
rare.”
o Risk factors: “There are a few things that can increase a child's risk of
SUDEP. Those risk factors include having seizures that are not well
controlled, having generalized tonic-clonic seizures where the whole
body stiffens and shakes, and having seizures at night.”
o Patient's risk level: “Based on everything we know about [name]'s
seizures, his risk of SUDEP is [insert risk level].”
o Risk mitigation strategies: “The best way to prevent SUDEP is to
have as few seizures as possible. Things we can do to reduce your
child's risk of SUDEP include making sure that he continues taking his
medication every day, keeping a seizure diary, learning your child's
seizure triggers, and creating a Seizure Action Plan. Let's talk more
about [insert risk factor] ....”
o Resources to find additional information: “There are many good
resources where you can learn more about SUDEP. Would you like to
go over some of those today?”
Acknowledge any uncertainty that may exist.
Check the understanding of caregivers and/or patients and ask if they
need additional clarification: “This was a lot of information. What
questions do you have?”
Name emotions when present: “It sounds like you are worried about...”
Assess and explore the emotions in the room: Tell me more about your
concerns....
Normalize the emotions that caregivers may be experiencing: Some
parents describe feeling overwhelmed when learning about SUDEP.
How do you feel?
Validate the efforts of caregivers: You are such a strong advocate for
[name].
Share resources for further support: Our team will be here to support
you. Would you like to hear about organizations and resources that
can help you learn more about SUDEP?
Ask questions to verify that the caregiver and/or patient understands
the key information and proposed plan: “We've reviewed a lot of
information today; can you tell me what you understand about SUDEP
and your child's risk?”
“To summarize, all children with epilepsy have a risk of SUDEP and your
child's risk of SUDEP is [insert risk level]. You can reduce your child’s risk
by....”

should include the following

Abbreviation:

SUDEP = Sudden unexpected death in epilepsy
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share their communication preferences, including whether SUDEP
should be discussed in the presence of their child. An example of
this invitation can include a statement such as “Some parents prefer
to have conversations about serious risks of seizures without their
child present; others prefer to include their child in these conversa-
tions. Which do you prefer?” If possible, personnel should be made
available to supervise young children whose caregivers opt to have
SUDEP conversations without them present, although we
acknowledge that some clinical settings may lack access to addi-
tional personnel.””

The goal of the Knowledge stage is to share information about
SUDEP in a direct and comprehensive manner. Key topics to inte-
grate into SUDEP risk counseling include a definition of SUDEP,
associated risk factors, the individual patient's risk level, risk miti-
gation strategies, and referrals to informational and support re-
sources. Despite knowing that uncertainty exists, participants
expressed the importance of naming the uncertainty and the limi-
tations of current knowledge on the mechanisms behind SUDEP. A
universal concern among clinicians was the fear of imposing undue
anxiety on caregivers and patients by bringing up an unlikely event.
However, recent findings suggest that SUDEP risk disclosures do not
yield adverse long-term effects on well-being or quality of life and
instead may lead to better health outcomes for patients with epi-
lepsy by improving treatment adherence.’® Critically, both the
literature and anecdotes from our caregiver focus groups suggest
that families are likely to stumble across the term SUDEP through
outside sources.'”?>>? If clinicians proactively initiate discussions
about SUDEP, caregivers may be comforted in knowing that they can
trust in the accuracy of the information they are receiving.'>>>*

It is well-established that patients and families feel more sup-
ported and comforted when clinicians take the time to speak to
them with Empathy and validate their emotional responses when
delivering difficult news.>>% It is important to name the emo-
tions that are present, assess and explore those emotions, and help
validate their concerns. Incentivizing clinicians who interact with
patients with epilepsy to participate in evidence-based, empathy-
building trainings such as VitalTalk can complement efforts to in-
crease the quality of communication about SUDEP via use of the
SPIKES protocol.>”? Furthermore, to mitigate the burden of time
as a barrier to SUDEP counseling, clinicians can introduce SUDEP
alongside other risks of premature mortality and epilepsy and offer
families resources such as handouts, web sites, and peer support
referrals for access to information and support to access after the
Visit 344041

In the Summarize stage, the information relayed to the patient
and/or caregiver is recapitulated using lay language and a plan is
presented for next steps, including referrals to further resources, as
some caregivers noted a lack of age-appropriate SUDEP resources,
particularly for young children. An important and reflective ques-
tion can include “We've reviewed a lot of information today; can you
tell me what you understand about SUDEP and your child's risk?”

This study's findings should be considered in the context of its
limitations. The cohort of study participants was small, and care-
givers who participated in this study are not representative of the
diverse population of people who care for children with epilepsy.
Participant demographics including primary language and educa-
tion level were not collected and may have influenced participant
communication preferences. Furthermore, the seizure burden of
the children of caregiver participants was relatively high, suggest-
ing a higher risk of SUDEP compared with the general population of
patients with epilepsy. Caregivers in our study may have received
SUDEP counseling to a greater extent than the average caregiver,
and their expressed interest in learning about SUDEP from clini-
cians may be higher than that in caregivers whose children have
lower seizure burdens. Further investigation is needed to
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characterize how patient risk level impacts SUDEP communication
preferences, particularly with regard in unique epilepsy syn-
dromes. Similarly, recruiting through conferences, academic in-
stitutions, and professional societies may have biased our results to
reflect the views of clinicians with a higher baseline knowledge
about SUDEP and engagement in the epilepsy community than the
general population of child neurology clinicians. Data regarding
differences among practice setting, including time allotted for clinic
visits, interpreter services, and the availability of written epilepsy
educational materials were also not collected but may impact
communication experiences and preferences.

Conclusion

Caregivers and clinicians emphasized the value of SUDEP risk
counseling in the pediatric clinical setting. Based on these findings,
neurologists and/or epileptologists caring for children with epi-
lepsy should educate caregivers about SUDEP soon after the initial
epilepsy diagnosis in an empathetic manner, revisiting the con-
versation longitudinally over time and highlighting actionable
steps to mitigate risk. SUDEP risk disclosure should be standardized
as part of routine care for people with epilepsy and tailored to
match the unique risk profiles, emotional and informational needs,
and baseline understanding of patients and families. Despite a well-
established need, few communication tools exist to facilitate
effective caregiver-clinician conversations about SUDEP. Here,
caregiver and clinician preferences informed our novel adaptation
of the SPIKES protocol for use by pediatric neurologists in the
context of SUDEP risk disclosure. Although the SUDEP-specific
SPIKES tool is structured with key phases of patient-centered
communication, the framework acknowledges that each step is
iterative and may need to be returned to over the course of the
conversation. Future work will assess the feasibility and accept-
ability of this protocol as a mechanism to enhance communication
quality and understanding about SUDEP; this could be done by
assessing patient and provider satisfaction as a follow-up to assess
the validity of the results.
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