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Opinion

Reframing Optimal Outcomes in Autism

For decades, autism (or autism spectrum disorder) has
been described as a neurodevelopmental disorder di-
agnosed in early childhood. Genetic and environmen-
tal studies provide evidence for autism’s variable causes,’
while intervention and natural history studies suggest
substantial heterogeneity in clinical presentation, re-
sponse to treatment, and developmental outcomes.?
More recently, autism has also been described using the
framework of neurodiversity—that is, autism as an ex-
ample of diversity in a wide range of brains, none of which
are considered normal and all of which are different.?

At first glance, the 2 views of autism—disorder vs
neurodiversity—appear to be mutually exclusive and
completely at odds. However, both views seem to ac-
cept the notion that autism is neurodevelopmental—
thatis, autism is characterized by variation in brain func-
tion and development. We decided to build on that
common ground as we begin to rethink progress and
outcomes in children with autism.

Traditionally, research has focused onidentifying risk
factors and mechanisms associated with autism. How-
ever, emerging scientific literature discusses the vary-
ing trajectories and outcomes of children and youth with
autism into the adolescent and early adult years.>* Fein
and colleagues* proposed the concept of optimal out-
come to describe outcomes in a cohort of individuals
with autism who, over time, stop meeting the diagnos-
tic criteria for the disorder and function within an intel-
lectual range that is considered to be normal.

In this Viewpoint we argue that, although the con-
cept of optimal outcome (as defined by Fein et al*) may
be useful in describing selected outcomesin a small pro-
portion of individuals with autism, itis based on arather
limited approach to understanding the complex and vari-
able ways that children with autism grow and develop.
Inanerawhen autismis conceptualized asa dynamicand
diverse spectrum—across individuals, domains, and
time—it is our opinion that the current, narrow defini-
tion of fixed optimal outcomes may be more relevant to
the old categorical view of autism. Moreover, even if the
specific definition seems to be (partially) compatible with
the view of autism as a disorder, it is incompatible with
the neurodiversity view of autism.

In a review on the topic of child mental health,
Costello and Maughan®®32% defined the term optimal
outcome as the "best possible outcome considering a
child’s history.” We find this general definition to be
more suitable when describing the variable outcomes
in children with autism. This specific definition does
not limit the discussion of optimal outcomes to only
children who meet extrinsically defined endpoints (di-
chotomous diagnostic thresholds) at the high end of
the distribution. Rather, it allows for the use of the
child's own history to examine intraindividual
growth.®

To date, the field of autism has focused almost ex-
clusively on highly verbal, cognitively able individuals to
represent optimal outcomes. Overlooked are the many
individuals with autism who are able to communicate de-
spite their inability to use spoken language, or individu-
als with measurable intellectual disability but who func-
tion wellin their chosen task or job. There are also many
examples of individuals who make slow but steady im-
provements over their lifetime, and who, given initial ex-
pectations, are functioning optimally at later pointsin the
life cycle. How might children who do not “lose their di-
agnosis” or meet traditional outcome indices qualify as
showing an optimal outcome? We may want to recon-
sider these traditional indices and examine outcomes
across a spectrum of domains. For example, an average
or even high 1Q score may not be a reflective indicator
of an optimal outcome for an individual with autism who
has no friends and is unhappy, anxious, or depressed.

Moving beyond a single snapshot of optimal out-
come (or end point) toward a framework of varying and
changing points along a pathway toward the optimal out-
comeallows for the study of progressinaway that iscom-
patible with both views of autism—disorder and neuro-
diversity. The focus here is not on reaching certain
milestones (often determined in relation to neurotypical
populations) chosen by an external evaluator. Rather, the
focus is on the child's progress (both rate and level of
change) over time on goals and domains that are deemed
meaningful by them (and their families). For example, one
could potentially explore variability and change over time
across multiple general aspects of life related to function-
ing, community engagement, and quality of life, as well
as specific child development in the social, emotional, cog-
nitive, moral, and physical domains. An additional layer of
contextual variables—for example, family, school, and re-
ceived interventions—can also be explored and taken into
account when determining whether progressisin line with
the goals and potential of the child, his or her family, and
his or her environment.”® Mostimportant, individuals and
families living with autism need to beincluded in the con-
versation on identifying important and meaningful
outcomes.

Although there is the suggestion from Fein and
colleagues* that optimal outcome status was achieved
by both intensity (number of hours) and type of inter-
ventions delivered early in life, there may be false com-
fort in this finding. Many parents engage in similar in-
tensity and types of interventions and yet their children
donotachieve this optimal outcome. Nearly 50% of chil-
drenreceiving the type of intervention described in the
study by Fein and colleagues* (discrete trial training, a
highly structured form of applied behavior analysis) do
not achieve normative levels on standardized tests.” The
50% of children who do not make fast gains may do so
later in life (with different interventions) or they may
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have an optimal outcome that isidentified and determined by other
domains, beyond diagnostic symptoms and IQ.

Changing our notion of meaningful outcomes, and how and
when those outcomes are measured, is a step toward an inclusive
spectrum approach to understanding optimal outcomes in chil-
dren with autism. The next step would be to consider how services
and supports must change and adapt over time based on how chil-
dren develop and respond to interventions.

How do we both examine and influence the developmental
pathways of individuals with autism for optimal outcome? For ex-
ample, good clinicians understand that most individuals need a se-
quence of interventions that change depending on the individual
child's response. However, although informative in describing vari-
ability in autism trajectories, existing longitudinal studies do not ex-
plain how services and interventions influence those trajectories;
they were simply not designed to do that. In autism intervention sci-
ence, knowing when to change something, and what to change to,
are important questions that remain unanswered.

ARTICLE INFORMATION

After making great strides in describing progress in autism, we now
find ourselves at a crossroads. Three major research advances can be
useful when thinking about next steps: the cumulative knowledge from
thefirst wave of prospective studies, the emergence of novel longitu-
dinalandintervention methods, and the development of new assess-
ment instruments that are sensitive to change. There is now consid-
erable agreement among stakeholders that, no matter what view of
autism we choose—disorder or neurodiversity—the next major chal-
lenge for researchersis to generate evidence that can help to person-
alize and adapt interventions to meet the diverse and changing needs
of individuals and families living with autism.

Based on the aforementioned issues, opening the dialogue
on reframing optimal outcome seems timely. We propose here a
more comprehensive and inclusive definition of optimal outcome
that captures diversity in individuals from across the autism spec-
trum, is based on within-individual growth over time, and
describes progress on a wide range of variables and domains
identified as meaningful by those living on the autism spectrum.

Published Online: June 25, 2018.
doi:10.1001/jamapediatrics.2018.1016

Conflict of Interest Disclosures: None reported.

REFERENCES

1. de Zeeuw EL, van Beijsterveldt CEM, Hoekstra
RA, Bartels M, Boomsma DI. The etiology of autistic
traits in preschoolers: a population-based twin
study. J Child Psychol Psychiatry. 2017;58(8):893-901.

2. Szatmari P, Georgiades S, Duku E, et al; Pathways
in ASD Study Team. Developmental trajectories of

inception cohort of preschool children with autism
spectrum disorder. JAMA Psychiatry. 2015;72(3):
276-283.

3. Baron-Cohen S. Editorial perspective:
neurodiversity—a revolutionary concept for autism
and psychiatry. J Child Psychol Psychiatry. 2017;58
(6):744-747.

4. Fein D, Barton M, Eigsti IM, et al. Optimal
outcome in individuals with a history of autism.
J Child Psychol Psychiatry. 2013;54(2):195-205.

5. Costello EJ, Maughan B. Annual research review:

optimal outcomes of child and adolescent mental
illness. J Child Psychol Psychiatry. 2015;56(3):

6. Georgiades S, Bishop SL, Frazier T. Editorial
perspective: longitudinal research in
autism—introducing the concept of ‘chronogeneity’.
J Child Psychol Psychiatry. 2017;58(5):634-636.

7. Kasari C, Smith T. Forest for the trees:
evidence-based practices in ASD. Clin Psychol Sci Prac.
2016;23(3):260-264. doi:10.1111/cpsp.12161

8. Lounds Taylor J. When is a good outcome
actually good? Autism. 2017;21(8):918-919.

9. Eldevik S, Hastings RP, Hughes JC, Jahr E,
Eikeseth S, Cross S. Using participant data to extend
the evidence base for intensive behavioral
intervention for children with autism. Am J Intellect

symptom severity and adaptive functioningin an
ymp y P & 324-341.

JAMA Pediatrics Published online June 25,2018

Dev Disabil. 2010;115(5):381-405.

jamapediatrics.com

© 2018 American Medical Association. All rights reserved.

Downloaded From: by a University of Texas Medical Branch at Galveston User on 06/26/2018


https://jama.jamanetwork.com/article.aspx?doi=10.1001/jamapediatrics.2018.1016&utm_campaign=articlePDF%26utm_medium=articlePDFlink%26utm_source=articlePDF%26utm_content=jamapediatrics.2018.1016
https://www.ncbi.nlm.nih.gov/pubmed/28524230
https://www.ncbi.nlm.nih.gov/pubmed/25629657
https://www.ncbi.nlm.nih.gov/pubmed/25629657
https://www.ncbi.nlm.nih.gov/pubmed/28524462
https://www.ncbi.nlm.nih.gov/pubmed/28524462
https://www.ncbi.nlm.nih.gov/pubmed/23320807
https://www.ncbi.nlm.nih.gov/pubmed/25496295
https://www.ncbi.nlm.nih.gov/pubmed/25496295
https://www.ncbi.nlm.nih.gov/pubmed/28414862
https://dx.doi.org/10.1111/cpsp.12161
https://www.ncbi.nlm.nih.gov/pubmed/28830197
https://www.ncbi.nlm.nih.gov/pubmed/20687823
https://www.ncbi.nlm.nih.gov/pubmed/20687823
http://www.jamapediatrics.com/?utm_campaign=articlePDF%26utm_medium=articlePDFlink%26utm_source=articlePDF%26utm_content=jamapediatrics.2018.1016

