-

P
brought to you by . CORE

View metadata, citation and similar papers at core.ac.uk

provided by Crossref

J Child Fam Stud (2017) 26:1753-1767
DOI 10.1007/s10826-017-0687-7

@ CrossMark

ORIGINAL PAPER

Anxiety Levels in Children with Autism Spectrum Disorder: A

Meta-Analysis

Francisca J. A. van Steensel' - Emma J. Heeman?

Published online: 20 March 2017

© The Author(s) 2017; This article is published with open access at Springerlink.com

Abstract The aim of the current study was to meta-
analytically examine whether anxiety levels in children with
autism spectrum disorders (ASD) are elevated. A total of 83
articles were selected from a systematic literature search and
were included in the meta-analyses. Results demonstrated
that children with ASD had higher anxiety levels compared
to typically developing children, and this difference
increased with IQ. Youth with ASD also tended to have
higher anxiety levels compared to clinically referred chil-
dren, and this difference increased with age. Children with
ASD had higher anxiety levels compared to youth with
externalizing or developmental problems, but not when
compared to youth with internalizing problems. The study
findings highlight the importance of more research in order
to fully understand the nature and development of anxiety in
children with ASD. More specifically, the results suggest
that especially high-functioning adolescents with ASD may
be at risk for developing anxiety disorders. Therefore, it
seems important to carefully follow and monitor children
with ASD transcending to adolescence.
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Introduction

Youth with autism spectrum disorders (ASD) are character-
ized by deficits in social communication and by the presence
of restricted interests and repetitive behaviors (APA 2013) but
also frequently endorse comorbid symptoms of anxiety,
depression, attention and behavior problems (e.g., Gadow
et al. 2005; Goldin et al. 2014). Indeed, comorbid disorders
are commonly observed in youth with ASD (e.g., de Bruin
et al. 2007; Leyfer et al. 2006; Simonoff et al. 2008). Anxiety
disorders seem to be one of the most common conditions and
are meta-analytically estimated to be prevalent in about 40%
of youth with ASD (van Steensel et al. 2011). This prevalence
rate is thought to be higher compared to typically developing
children in which prevalence rates up to 27% are reported
(Costello et al. 2005). In addition, studies comparing anxiety
levels of children with ASD to those of typically developing
children consistently demonstrate higher anxiety levels for
children with ASD (e.g., Kuusikko et al. 2008; Park et al.
2014). However, a systematic (meta-analytical) approach of
the size of this difference is currently lacking and therefore we
do not know exactly how large this difference is. Similar,
there are suggestions that youth with ASD are more prone to
anxiety than youth from (some) other clinical groups (e.g., see
review of MacNeil et al. 2009), but, again, the size of the
possible difference is unknown.

Next to the lack of knowledge about the size of the
difference in anxiety between ASD samples and typically
developing or clinical samples, it is important to examine
which variables may be associated with this difference. For
example, the size of the difference may depend on the type
of comparison group. Joshi et al. (2010) compared children
with ASD to a mixed clinical sample and found that chil-
dren with ASD were more likely to endorse anxiety dis-
orders (among other disorders). In addition, youth with
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ASD were found to be more prone for anxiety disorders
compared to youth with externalizing disorders; i.e., ADHD
(Park et al. 2013; Van Steensel et al. 2013) or conduct
disorder (Green et al. 2000; Pugliese et al. 2013). However,
when compared to anxiety-disordered children, results are
less clear. Farrugia and Hudson (2006) did not report dif-
ferences between children with ASD and clinically anxious
children (child and parent report were aggregated), while
Russell and Sofronoff (2005) did find children with ASD to
have higher levels of anxiety according to parent report.
Further, van Steensel et al. (2012) found that parents
reported higher anxiety symptoms (total, specific, social,
generalized and panic anxiety) for children with ASD
compared to clinically anxious children, however, child
report did not reveal any group differences except for spe-
cific phobias. Thus, next to the type of comparison group,
type of informant (e.g., parent, child, teacher, clinician
report) may be an important factor to consider. Other factors
of interest are age and IQ. It is known that anxiety tends to
increase with age in general, and it seems that the pre-
valence of anxiety disorders in youth with ASD follows a
similar developmental course (van Steensel et al. 2011).
However, what is not known is whether the difference in
anxiety levels between children with ASD and typically
developing children, or between children with ASD and
clinically referred children, is the same or different across
developmental phases. The same applies for I1Q, which may
be even more complicated because the relation between IQ
and anxiety in youth with ASD is not clear itself. That is,
some studies found a positive association between IQ and
anxiety (e.g., Gadow et al. 2005; Eussen et al. 2013), while
others point to a negative association (e.g., White and
Roberson-Nay 2009) or suggest a quadratic instead of a
linear relation (van Steensel et al. 2011).

The aim of the current study was to meta-analytically
estimate the difference in anxiety levels between children
with ASD and typically developing children, and between
children with ASD and clinically referred children. As
previous studies point to different findings, and results seem
to be depending on the type of comparison group and
informant, additional analyses were conducted for the dif-
ferent comparisons groups (internalizing, externalizing, and
other problems) and informants (parents and children).
Further, the moderating influence of age and IQ was
examined by including these variables as moderators.

Method
Literature Search

The literature search was conducted in two phases. The first
phase covered articles published till the half of 2010 leading

@ Springer

to a selection of 86 studies that reported about an ASD
sample and an anxiety measure (procedure and results of
this first phase are reported in van Steensel et al. 2011). The
second phase of the literature search covered the period
2010 till 2016. The same approach for the literature search
was used as in the first phase: the words “Autism” “High
Functioning Autism” “Asperger” “Pervasive Developmental
Disorder” “PDD” were used in combination with “Anxiety”
“Anxious” “Anxiety Disorder” “Comorbidity” “Comorbid
disorder” “Psychological disorder” and “Psychiatric dis-
order”, within the following databases: ‘PsychInfo’,
‘Pubmed’, “‘Web of Science’ and ‘ERIC’. During both pha-
ses, abstracts were screened for relevance and got selected if
they reported about (1) an ASD sample and (2) a measure
assessing anxiety problems (which did not explicitly needed
to be mentioned in the articles; e.g., measures assessing
comorbidity were also selected at this point). During the
second literature search, 7332 abstracts were screened of
which over 10% was screened by both authors (agreement
between the authors regarding the selection of articles was
over 98% and in case of disagreement articles got fully
screened). Full articles (N = 184) were then screened and
included in the meta-analysis if (1) an ASD sample and a
comparison group was included, (2) anxiety was measured
by a standardized questionnaire, (3) a mean age <19 years
was reported, and (4) articles were published in English.
Studies were excluded if (1) they did not report on empirical
data (i.e., articles were reviews), (2) they reported about
case studies only, (3) other informant reports than child or
parent (e.g., only teacher report) was used, or (4) they used
an interview (measuring anxiety disorders) instead of a
questionnaire (measuring anxiety levels). The later exclu-
sion criteria was based on the dimensional focus of the
current meta-analyses (instead of the focus on a categorical
approach as was done in van Steensel et al. 2011). A total of
83 studies were found to meet the criteria and were selected
for the current meta-analyses (see Table 1).

Coding

Mean age, mean IQ, informant (child and/or parent) and
comparison group was coded for all studies (see Table 1) by
the authors of the study, and a graduate student double
coded 10%. The interrater agreement was excellent (above
.90). For analyses, the comparison group was divided into:
(1) typically developing children, and (2) clinically referred
children. The clinical comparison group was further sub-
divided in: (2a) internalizing problems (anxiety and/or
mood problems), (2b) externalizing problems (ADHD,
oppositional defiant disorder, and/or conduct disorder), (2¢)
developmental problems (e.g., Down-Syndrome, Fragile X,
intellectual/language disabilities, learning problems), or
(2d) clinical not otherwise specified (mixed clinical sample



1755

J Child Fam Stud (2017) 26:1753-1767

uoneonpa
(4] - o ®m3y  006L 0T TLI (191e1-101UT) SUBIOTUT[D) (#-108) p-A1oyuaauy pry) Apreq (¥002) 'Te 10 mopen
170 - - snorxuy (9007) uospny
SI'1 - - [BOIUID-UON  OL< 9L’€l 6C SUBIOTUI[T) (SVDS) d[eds Kerxuy s,uaIppiy) ddouadg pUE EISNLIEg
o o - AmeordAL,  0L< $S'8T #¢ SUBTOTUTL) (Ive) Aroyueaur KRrxuy yoog  (1107) S19qpueg pue Suelma(]
(20-asv)
Ge'l1 - Se'1 AqeadAL,  0L< 9¥'L 99 (I91e1-19)UT) SUBIOTUT[D uaIp[Iy) 10} ANpIqIowo)—sIaplosiq wnnoadg wsnny (0100) Te 10 staeq
(@aavOs)
'l - 48! AmeordAL, 0L°L0T OT'ET 8¢ 00S pue SOAV SIOPIOSI(] [RUOTIOWF PAIB[SY KIRIXUY P[IY) I0J USAIDG (100) e 10 uosme[)
Lyo— - Ly'0— SNOIXUE [BI50S
wisynw
90— - 99°0— QADI[RS (II-SdASIQ) SIULOSIAOPY PUE ULIP[IYD) UT SIOPIOSI @r1oo0)
091 - 09°1 AeatdAL 61201 8Tl 09 SOAQV pue Y-IqV [EIUSN Ioj waIsLg onsouSer ay woy arreuuonsenb juared Arywajoy)
S0 - A as/adao (IT-SAASIQ) $IUSISIA[OPY pue UIPIIYD)
ut s1opiosiq (e¥100)
1S'T - 1S1 AreoldA1, 09°001 0SCI SS SOQV Pue Y-IAV [BIUSJA JOJ WISAS onsoudeli] ay) woij aareuuonsanb juared ‘Te 10 Arywroyd
8L0 6€0 LIl AreordA1 78401 ¥9°91 81 S¥S PUE SOAV (SVDS) 9[ros Avrxuy s,uaIp(iy) aouadg (€100) "Te 19 urepaquIey)
o 110 - AVAIENdAL vL601 STIT 1€ SVSV pue OSSV (OSVE) UaIp[IYD 10} WAISAS JUSWISSISSY [EIOTARYDY (S007) ‘Te 10 onouing
SAVD pue DGV
1$°0 - 150 ar  oL> 8¢'L I8¢ ‘(IorRI-19)UT) SUBTOTUITD (d-O9Q) ISIPYD [eIoTARYag [ejuaurdofosacy (9007) Te 10 uoyataIg
(II-HSVQ@
901 - 901 ar  oL> 0g£9l €I q1av [1-paddestpuel A[210A9S 3y} 10J JUSWSSISSY dNSOUTLI (002) 'Te 10 Ao[perg
(orduwres 31N)
wed) Areur[drosip-nnu
66'0 LEO 091 AeatdAL 05801 0L'CI +11 ‘(erdwies ySN) SOAV (SVDS) 9[eds A1erxuy s,uaIp[iy) ddouadg (¥100) 'Te 10 19)N0g
§6'0  S60 - Amunuwwo) 8096 9I°IT OFI SUBIOMUIY (ISVD) Aroyueaur woydwiAs Judsssjope pue piyd (S107) L9rdreys pue exisig
00Ss (@aavOs)
0S0 TT0 180  poouyKwrxuy (00'LOT OI'0T €9 10 ¥-I@v pue SOAV SIOPIOSI(] [RUOTIOWF PAIB[OY KIRIXUY P[IY) I0J USAIDG (T102) 'Te 10 yrs-Kapaxerg
(OSYID)
uIp[IYD) I0J 9[edS AJQIXUY [BUOISUSWIPHINIA -Modas pjiy)
Osvea)
6¢'l  S6'0 T8I SANBWION 6’66 CTCVI 1Y SUBIDIUID)  ULIP[IYD) I0f WAISKS JUSWISSISSY [BIOIARYDY 10dod Jud1Dd (¥000) 1ureg
86°0 - 86°0 AqeatdAL 69°601 9001 €F d-1av (TOED) IS0y Iotaeyag PIIYD (0107) 'Te 10 103ununeg
E.EUAT:\&G&S pPIIYD Judreq UNE .%3&\ N
dnoi3
uostredwios “sa ASVp uostredwo) dnoi3 sy amseow (JSV amseaw AjoIxuy (Teak) J0UyINY

SOSATeUR-LJOW AY) U PAPN[OUL SAIPMIS Y} JO MIIAIAQ | d[qEL

pringer

Qs



J Child Fam Stud (2017) 26:1753-1767

1756

pasn Sem ainseaul

180 180 - BIXQ[SA( Jeym pouodar jou (#10?7) Aoyduny
orr  ort - Areord£, VN LI'VI CC  Inq SISOuSeIp paulyuo) (II"TA€) UOIPY ,, T ‘SSLIOIUIAU] YINOX Yoo pue uoiqaHq
wsnne
vI'0 €10 SI°0 lopeolg
urmy
L¥y0 STO 890 pajodjjeun (€100)
90 +¥€0 +6°0 surmy jonuoy - L0'88  0S°El Thl vamvda pue LSVD (SAVOY) [edos uorssarde pue ARIXUY PIIYD PIsIASY ‘Te 39 Na[leH
(@@avos)
8¢'1 - 8¢l AmeotdAL 1101 LTTI 1 SOAyVv pue Y-1av SIOPIOSI( [BUONOWH Paje[ay AJIXuy pIy) I0f URIdS (¥102) Te 10 AnD
00— -  S00— o8+ aHav (0100
o - [4al] aHav Te 30 Zyowurl§
00 = 0S0 Aunwwo) 1466 0L'8 0T (1o)eI-Io)UT) SUBTOTUTL) (1S0) Aroyuaauy woydwig pry)y -uuewmng
SIOPIOSIP
860 - 860 PoXIA
QWIOIPUAS
811 - 871 umod  0L> 9101 61  stsouserp papodar-juered SISOUSEI( [en(] S,USIP[IY) JOJ SIS SSIY (0102) Te 10 P
0s'T  LOT  T6'1 AqreadAL 00001 OTEL 1t 00s (SVDS) deds Avrxuy s uaip[iy) douads  (0107) Ul#0H pue Kemeuadln
I¢'l - 11 AmeatdAL 91101 OT'€T ST SOAyVv pue Y-1av (TOED) ISTTIYD Jotaeyag py) (€107) Te 10 usaIn
86°0— -  8S0— AQreordiry (¢-Osve) #100)
LT0— - LT0— Areord£, VN ¥L LS UBIOIUI[D UONIPH PUOIIS ‘UAIP[IYD 10J WR)SKS JUSWISSISSY [EIOIABYDE ‘[e 30 UIp[on
juouLreduwr
€'l 060 9¢’1 ogensue] (SVDS) 9[edS ARIxXuy s,udIp[y) 20uddg soda.s pjiy) (1002)
0S'T €60 907 AqeotdAL  0L<  LTOT ST SueIUID (OMS) 2Ireuuonsang) SALLIOM [B100S “Lodat jud.nd ‘Te 30 Boqn
0€0— - 0€'0— on+ qHav (6007)
00 - 0’0 aHav 0696 0S8 L8 (I0181-19)UT) SURTOTUI[D) (1$D) Aroyuanuy wordwig pryd ‘Te 30 mopeH
910 - 91°0 [edtul)
uoneaInpd
IS0 - 150 [e1oadg
uoneonpa
€L’0 - €L’0 M3y 00T6 0€8 8T (I0181-19)UT) SURTOTUITD) (18D) A1oyuanuy woydwig pryd (S007) Te 10 mopen
810 - 810 [edtul)
uoneaInpd
4% - €0 [eadg
pro o dyy - priyy juated o W N
dnoi3
uospredwod “sa ASVy uostedwo) dnoi3 sy amseow (IS seaw Ajorxuy (1eak) J0UyINY

panunuod | Jqe],

pringer

&H's



1757

J Child Fam Stud (2017) 26:1753-1767

$ST 0PI 891 Aqreard&1L, 0z 101 08T TS S0Qay Jo/pue Y-1qV (SVDS) 9[edg Kerxuy piy) douadg (S107) e 1 BN
090 9¢0 #80 AqeatdAL 0L< 0101 1€ 0SSV ‘SVSV (OSVE) uaIp[IYD 10} WAISAS JUSWISSISSY [EIOTABYDY (9007) 'T& 10 10K
80— ¥80— —  SnoIXue [EDOS
€50 €S0 - [eowt[n (@Sy wiayuoo 03 pey (9002)
Y01 YOI - aAmBWION  OL< L€l L oq) soweryohsd om],  (IVdS) ueIp[Iy) Joj A1ojusau] LRIXuy pue eIqoyd [eros Te 30 uasjoIN
(OSYIN)
S00— TE€0 I¥0— aarssardo(q UAIP[IYD) 10J A0S AIOIXUY [RUOISUSWIPDINIA “Li0da.L pliy) (€100
OI'T  TLO 8t AmeotdAL, T LTT 90°'TT 0€ soav (TOED) SN JotAvyag P Lodat Judivd Te 30 QUOZZEN
(@aavos)
10T TF0 091 Ameord&L, 84011 CTST ST SOV pue Y- 1AV SIOPIOSI(] [eUOnOW paje[ay ARIXUY P[IYD I0) URIDS (F100) 'Te 10 AyspozeN
L8] - L8] Amunwwo) ¢6001 €1l 801 SOV pue ¥-[aV (TO9D) ISIT0RYD Jotaryag PIIyD (1102) 'Te 10 AyspozeN
1S°1 - IS AfeotdAL,  $1°66 €01 9% S¥S (SVDS) 9[eag Kjerxuy s,uaIpyiy) douadg (56107) 'Te 10 KB
180 <TI0 0ST Afreotd&L, 0L°001 6€01 t¥ S¥S (SVDS) 9[eag Kerxuy s,uaIpyiy) aouadg (as102) Te 10 K2
€€0— - €€0— Korxuy
8¢l - 8¢ AeodAL 0766 LTOT SY S¥S (SVDS) d[eds ARxuy s,udIp[iy) sdouadg (8S107) T8 10 Key
91 - 9 AfeordAL, 6196 886 9S S¥S (SVDS) 9[eag Kjerxuy s,uaIpyiy) aouadg ($100) 'Te 10 AeN
sisougerp
180— —  180— AeotdAL. YN ¥S'6 b1 JO UOTRULIFUOD ON] (4-DSSA) uIp[IYD 103 JMPAYDS AAAING Tea,] PISIASY (0661) 940 pue UOSIEIN
ISIPOYO
9I'0— - 91'0— AeoldAL, VN €66 8¢ 01-ADI/AI-INSA (OSVE) URIP[IYD I0) WASAS JUSWISSISSY [EIOTABRYDY (110T) UOSIEJAl puk URUEN
€0 SO0 180 Afeotd&L, 1011 SL'6  OF J1av (OSVE) UAIp[IYD) 10J WAISAS JUIUISSISSY [BIOTABYDY (0102) 'Te 10 ejedo]
600— -  600— dHAV 10201 LOOL OL SOQyV Io/pue J-I1qV (TO9D) ISTTPRYD Iotakyag PIIYD (S10T) 'Te 10 uosme|
(O-IVdS) uaIp[y)
10J A101uRAU] A)oIXUY puE BIqQOyJ [B100S Pue (D-SVS)
PISTAY-UIP[TYD) 10] J[eIS AJOIXUY [RI00S ‘Lodat pjiy)
0I'T  SLO S¥1 Amunuwwo) 08z 0TI Sh SOav pue J-IAV (TOED) SITRYD Jolavydg PIIYD Lodo Jusvg (8007) "Te 10 oISy
70 - WO ar  0L> W96 TS sueloIuI) (D1d) uLIpIYD 10§ AI0JUSAUL AJI[BUOSIS] (L861) "Te 10 auIy
(OSVIN)
UAIP[IYD) 10f A[edS Ajerxuy Isaytuey Lodos ppy) (QSVH)
€T €70 61T Aeod&L, 0T SIT 0S' 1T 61 WAV UaIp[Iy) 10j W)sKS JUSWISSISSY JOIARYRY J0dad JuaIng (£107) Te 30 wry]
$S0 - 550 PABWION  0L< 00Tl 6S ¥ 1@y emeuuonsenb (SHOO) ApmiS WEsH PIIYD OLIBIUQ PISIARY (0007) ‘Te 1o wry
L0 TLO - Ameord&L, 01801 L6'1T LE S¥S ‘0DS ‘OSSV (DSVIN) uaIp[Iy) 10§ 9[ed§ AJRIXUY [EUOISUWIPHINIA (€100) 'Te 10 posef
00s 10
LT LFT 86T AfeotdAL ST'T0T ¥8°C1 TS /PUe SOAV 10/pue J-IAV (SVDS) dMeds ARrxuy s, udIp[iy) ddouadg ($10T) Te 10 SYOO[[OH
S8T 90T 91 AeotdAL,  09°66 06'CT 8¢ 00S (SVDS) dMeds ARrxuy s, uaIp[iy) ddouadg (€T0T) T8 10 SYOO[[OH
PP mdpr Yy juared oy W N
dnoi3
uostiedwod “sa Asvy uosteduro) dnoi3 qsv amseaw (JSV amseawr Kjorxuy (Teak) T0UyINY

ponunuod | Jqe],

pringer

Hs



J Child Fam Stud (2017) 26:1753-1767

1758

090 090 - AeoldAL. 0L< SST LT 00s (12-SSVQ) d[eds ssang pue Karxuy ‘vorssardo ($10T) Te 30 3[epydry
800 890 - an/ado
0€0— 0€0— —  SNOIXUE [0S  G/'¢6 SL'TT OF SURIDIUID (OSVIN) uaIp[ry) 1o 9[eds AJAIXUY [EUOISUSWIIPHINIA (€100) 'Te 10 8saA3nd
S0°0 - S00 dHav
8¢0— —  8€0— aa
SOl - SO1 AeodAL, YN €Sv €01 aros-ary (TOED) $—§'1 ISIHOYD Jotaeyag P[IyD (€107) "Te 10 nosopaid
90— ~—  9I'0— [eoruIy
Io— - 110~ aa (sisougerp uyuod
620 - 600 Aieod, VN +S°¢ 9p 0} pey 10q) SUBIIUID (TOED) $—§'1 ISIHOYD Jotaeyag P[IYD (¥107) "Te 10 B[09saY
681 - 681 Aefop yooadg
0S0— - 0S0— ~§:oEQO~®>®Q
€L0— - €L0— juRuyOeNy
8yCc— - 8YT— Tejodrg
gee— —  8¢E— Korxuy
90'v— - 90'v— Goﬁmmo.umwh—
¥S°1 - S dHav
sisougerp
PLIT = $LIT AeodAL, VN 0S'IT €2 Jo uoneuLyuod oN (TOED 9y JO L0} PAJEIASIQE) “IONUOIN WA[qOI] JoLIg (#107) 'Te 10 1odig
100 - 100 [ed1ur;)
(Z-OSVa)
TL0 - 7o Aunwwo) /606 668 L3 OSSY Pue Y-IAV ‘SOAV UOBIPH PUOS ‘USIP[IYD) J0J WI)SAS JUSWISSISSY [BIOIABYDG (¥102) 'Te 10 Yred
(QIvLS)
6£0 TTO 950 dHav UAIP[IYD 10§ AI0JULAUL AJRIXUY JEIL-3Ne)S ‘1odat pliy)
81'0— 800— 8T0— aatssardo [IHVIT 6£6 9S soayv pue ¥-1av (TOED) SITHORYD Jolaydg PIIYD LodoL Jusvd (€100) 'Te 10 NIed
(OSVIN) uaIp[iyd
10j 9[eoS AjeIxuy [eUOISUSIPOINIA -LodaL piiyD) (SAVIY)
080 80 €Il AeordAL, 8¢°601  98°¥1 € OV 9[eds uoissaido pue KWIXUY PIIYD PosIAdY :Lodat juaivg (9100) 'Te 10 PlEMSO
TI'T 190 LS'T AeatdAL. 0676 00°€T 0€ 00Ss (SVDS) d[eds Awrxuy s,uaIp[iy) ddouadg T10T ‘T8 10 uellpealszQ
90— - 90— ferxuy  0L< 086 98 SUBIDIUID (TOED) I81P2YD Jotaeydg PIIYD (1100 'Te 10 100
€¢o— - €0— Ealtitie)
960 - 960 AeodAL, YN £9°€ 101 00S pue SOAV (TO9D) S=S'1 ISIPRAYD Joiaeyag plIy) (1107) 'Te 10 Lo
LST - LS AfreotdA1, 67201 €0°CI OF 00S pue SOAV (OSVE) UAIp[IYD) 10J WRISAS JUIUISSISSY [BIOTABYDY (€100) 'Te 10 L[N
pro o dyy - priyy juated o W N
dnoi3
uostredwos “sa Asvp uostedwo) dnoi3 sy amseow (IS seaw Ajorxuy (1eak) J0UyINY

panunuod | Jqe],

pringer

&H's



1759

J Child Fam Stud (2017) 26:1753-1767

920 000 IS0 Kerxuy  0L< LETT SIT J1av SIOpIOSI [euonowy paje[ay AjeIxuy Esoﬁmw_wwmow (T107) 'Te 10 [oSUAAS UBA
S0~ TS0— - X enxg
€C0 €70 - AeotdAL 69101 L6'TT 8§ J-1av (SVS) 9[edS ARIXuy [E0g (¥107) e 10 ulry uea
140 - 10 ar  oL> 8v's  8II (I07eI-10JUL) SUBIOIUID) ISP Jotaryag [eyuawdo[oadd (€007) PIeJuId pue a5uo],
60— - TS0-— X onserd 6819 LIL I¥ soav (SINVAYV) 3[edS POOJN pue ‘uoissarda( ‘A1erxuy ($10T) Te 30 uewLNy],
sioyne
o) Aq padofaadp AoAins (INdD)
SL0 - SL0 apewIoN  0L< 0801 I€ WA-{7{ B PUB URIOIUI[)) A10juaau] [eor3ojoydAsdornaN pue A)euosiod 93pijoo) (L00T) @3p100D puE 9pay],
0 - $0 daHav
LT'T - LTI AeatdAL 65201 0TI 09 SOQV Io/pue Y-1ay (TOED) IITIRYD JotAeyag PIIYD  (#107) SeNel] Pue YUomyds
890 890 - AmeotdAL Ov'€IT  LS'ET T SOV pue ¥-1ay (SVDS) 9eds Alrxuy s, uaIpiy) ddouadg (€T00) T8 10 Z1eMS
00T - 00T AeoldAL. VN €48 Sp SOV 1o/pue Y-Iav (TOED) ITIRYD JotAryag PIIYD (9102) 'Te 10 ureqaddorg
(T-SVINDY) uonipg
Pu0daS 9[eoS AJIXUY ISOJIUBIA S, UIP[IYD) PISIADY -1odas
6V'0  6£0— LET AmeatdAL 09401 SH'¥1 0T SOav pue J-IAV piryD (109D) STy Iotaeyag Py ‘Hoda.s juaand (€100) 'Te 10 SuIppalg
Al - 6 AeoldAL,. VN 07’8 TC soav (ISVD) Atojueau] woydwAg Juadss[opy pue Plry) (¥100) T8 10 U
101 - 101 AfeatdAL 80v01 €¢I OF 00S pue SOAV (OSVE) UaIp[IYD 0] WAISAS JUSWISSISSY [EIOTABYDY (Z107) "Te 10 uowo[os
(T100)
Tr0— - TI'o—  ar/ AmeddAr €019 LTI L9 SOQyV Io/pue J-1qv (TO9D) ISITPRYD Iotaeyag PIIYD IoySe[[en pue sexsneyoys
¥0'1 - Y01 AfeordAL,  9¢'86 666 61 soav (DSVIN) uaIp[Iy) 10j 9[edS AJRIXUY [EUOISUWIPHINIA (€£10T) 1eqI0) pue uowrg
660 660 660 AeoldAL,  0L< 96 TT LSVD (SVDS) 9[edS ARrxuy s, udIp[iy) ddouadg ($100) 'Te 10 euLreyg
0 - 0 dHav
LTT - LT AqeotdAL 65201 0TI 09 SOQV 1o/pue Y-Iay (TOED) ITTRYD JotAvyeg PIIYD  (#107) SeNal] PUE JUamydS
€Ll - €Ll oAnEBWION OF'SIT LOCI SI 1av (TO9D) ISITPRYD Iotakyag PIIYD (1107) 'Te 10 10pa01Ydg
0T'1 - 0Tl AmeotdAL TE40T  99°TT T€ SOQV pue ¥-1av (TOED) ITTIRYD IotAryag PIIYD (ST0T) "¢ 10 uoswes
€0 000 9¥0 Kerxuy
LST 0L0 ¥bT oAmBWION  0L< €1-0T $9 ISVD (SVDS) 9[eds Alrxuy s,udIp[iy) 2ouads  (S00T) JJOUOLOS puE [[assmy
€0 - €0 SWeIIMN  °0'L6 LITI tE 00Ss (SVDS) d[eds Alrxuy s, uaIp[iy) ddouadg (T107) "Te 10 s103poy
(D0-asv)
SS'1 - SS AqeordAL,  0L< 998 801 SURIOIUILD uaIp[IYD 10§ AYpIqIoo)—IopIosi(q wnndadg wsnny (2T100) 'Te 10 oysary
(@aIvOS) s1opIosiq
[euonjowry paje[ay AleTXuy pooyplry)) I0J UId§ :Jlodas
Il IS0  1€T AfeordAL,  0L< €001 LI 00s piryD (1D9D) STy I01ARYSg PIYD H0da.L juand (ST0T) urseq pue sa[epyory
pro o dyy - priyy juated o W N
dnoi3
uospredwod “sa ASVy uostedwo) dnoi3 sy amseow (IS seaw Ajorxuy (1eak) J0UyINY

panunuod | Jqe],

pringer

Hs



1760 J Child Fam Stud (2017) 26:1753-1767

or special education sample). Two studies (Burnette et al.

x w7 >
E L O = .
$ %‘); ) 2005; Skokauskas and Gallagher 2012) used a mixed
lgewT|zEE sample consisting of typically developing children as well
sl2 2 2|<ER p g ypically ping
s | = < as children with learning/intellectual disabilities and were
QaE g
é =, g2 Zér A % therefore registered as having both a typically developing as
s |5 S S E=E 51 well as a clinical comparison group.
é =zl g g .§ é =S For all studies an effect size (Cohen'’s d) of the difference
z |5|=3 '|[z85 in anxiety levels between the ASD sample and the com-
< A Nz y p
582 = arison sample was calculated by the authors of the study. If
= p p y y
g ‘é’.g T both parent and child report was used, a separate effect size
Bz 222t 2 for parent report and for child report was calculated. How-
g 5% 3538 p P P
(==Y L 82 8 |¥ Y w» ever, for the main analyses, a mean of the parent and child
52 |555|3¢ / g’
O & EE eS8 effect size was taken to represent an average effect size for
2wy O
] g <9f that study. The rationale for aggregating child- and parent
§ §' % % E E ) report was that there are many studies suggesting to use
APy multi-informant reports for measuring childhood anxiety,
= o~ |<EX p g y
) g R 5 S and that—while child-parent agreement is only modest at
=V] — - 5] N . . . ..
A oo |5 best (also in non-ASD samples)—child report, in addition to
2 l=|¥F-- % 23 parent report, may provide important information from
=) .
£E § another perspective (e.g., Brown-Jacobsen et al. 2011;
n e 2 a Comer and Kendall 2004; Grills and Ollendick 2003). Fur-
< . .
72 8 £ % 2= thermore, we reasoned that the aggregation of child-and
8 2 ES 58S gereg
o % 5 E ‘é% 2 parent reports would result in a best-estimate of the ‘real
z 23 (3 % s 8 truth’ because whereas children with ASD may underreport
o . .
£ ; ‘;’ § 28 Sﬁ é their anxiety levels (e.g., due to disabilities in insight), par-
2 A3 E %) § %’ 2 ents may over-report anxiety levels of their children (e.g.,
< e 3 ERal due to being unable to disentangle anxiety symptoms from
g% % = ASD symptoms) (van Steensel et al. 2011). Finally, the
o= Q . .
El é g3 aggregation of child- and parent reports allowed for a larger
ZZs gereg p P g
2 23 ?} number of studies to be included in the analyses (which was
QAR articularly needed to compare the ASD sample to the
S/ g p y p p
g % | specific comparisons groups). A similar approach of aggre-
7 é g g _§ gation was used when multiple comparison groups were
5 § e % qg) g used in a single study: i.e., effect sizes between the ASD
a2 T[828 < sample and each of the comparison groups were calculated
OB 2|25%¢ P P group
838 = separately and then a mean of these effect sizes was taken to
; & 2|7 EE = represent an average effect size of that particular study. In
% g p y
JEE|E55 8 dd dies used (part of) th ASD sampl
S 2|lg383 ition, some studies used (part of) the same sample
‘zZ 2|83 = g8 addiuon, p p
SER7) . . .
& 8 <l &2 s in multiple studies (e.g., Cholemkery et al. 2014a, b). In
° & Kl B @) p g y
5 5 g 8 @ § g g those cases, a mean effect size of the overlapping studies
g E 'g % Z& g A was calculated and entered in the meta-analysis.
> 2z Y|2EED When multiple measures in a study were used to assess
o} Ao < Z 53 p y
£ E § §- = 2 S ; anxiety; (1) a total anxiety score was chosen over a specific
< O 2 x < QA = anxiety score (e.g., social anxiety or generalized anxiety),
é 25 2 (2) questionnaires measuring anxiety were preferred over a
— 3 %E E general problem behavior questionnaire, however, (3) a
v —~ . .
= e % aﬁ total anxiety score of a general problem behavior ques-
S o .2 . . . .
= < e 2|z Z 'q'g 2 tionnaire was preferred over a specific anxiety score (e.g., a
é 3 Eﬁ &2 k5 questionnaire measuring social anxiety only). Some studies
£|8 i ;; g £ A 3 'é reported about specific anxiety scores only (i.e., no total
- B . . .
=2 S g Z|EER LS anxiety score but only subscale scores for social anxiety,
v | 8 (8 Q % < £S5 © Y y "
= 8 = 50 i i i
= | < z E = 2 E = g g.enerahzed anxiety etc.) and in tl.lose cases, a mean effect
=< £ 2 2|l<5C3 size was calculated from the specific anxiety scores.
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Outliers, Normality and Publication Bias

For the two main analyses (ASD compared to typically
developing and ASD compared to clinical), normality,
outliers and publication bias was examined. Using stan-
dardized Z-scores, one outlier was identified in the analyses
comparing youth with ASD to typically developing chil-
dren. This outlier was adjusted in the highest score not
being an outlier. Normality was explored with the
Kolmogorov-Smirnov test, and no violations were found.
Publication bias was examined by statistically testing for
funnel plot asymmetry with the rank order correlation
coefficient, the Egger’s regression method and by adding the
standard error as a moderator to the random effect model.
All methods revealed non-significant results.

Analyses

Two main meta-analyses were conducted: (1) ASD vs.
typically developing children, and (2) ASD vs. clinically
referred children. The aggregated parent + child effect sizes
were used for these analyses. Moderator analyses were
conducted for both meta-analyses with mean age and mean
1Q entered as predictors. In addition, separate meta-analyses
were conducted for parent and child report, and for the
different comparison groups (internalizing problems,
externalizing problems, developmental problems, and clin-
ical not otherwise specified). The SPSS macro’s of Lipsey
and Wilson were used for analysis, and homogeneity across
studies was examined with Q statistics.

In meta-analyses, both fixed as well as random models
can be conducted. Hedges and Vevea (1998) argue that
while in some cases the choice for either model is led by the
homogeneity (or heterogeneity) of the effect-size parameter
(i.e., fixed models are used when the parameter estimates of
the selected studies are homogeneous, while random models
are used when evidence of heterogeneity is found), the
choice of the model should depend on the interferences one
wants to make. That is, if one wants to make interferences
about the selected studies then a fixed model approach is
appropriate, while as one wants to make interferences
beyond the selected studies then one should use a random
model approach (Hedges and Vevea 1998).

Results

Table 2 displays the results of the meta-analyses. Homo-
geneity tests were significant for all meta-analyses indicat-
ing substantial heterogeneity across studies, and therefore
moderators (mean age and mean 1Q) were analyzed using
the random effects model.

It was found that youth with ASD had higher anxiety
levels compared to typically developing children. This
finding was consistent across models (fixed and random)
and respondents (parent and child report), see Table 2.
Mean age was not found to moderate the difference in
anxiety levels between children with ASD and typically
developing youth (f=0.11, Z=0.95, p = .340), however,
mean IQ was found to be significant (f = 0.33, Z=4.48,
p < .001). This result indicates that the difference in anxiety
levels between youth with ASD and typically developing
youth is related to IQ; that is, as the mean level of IQ of
youth with ASD increases, the difference between ASD
and typically developing youth in anxiety levels increases
as well.

Youth with ASD tend to have higher anxiety levels
compared to clinically referred youth, but the results are
not consistent, see Table 2. For the fixed effect model
a (small) significant difference between ASD and
clinically referred youth was found, while for the random
effect model this difference was not significant. In addition,
child report yielded a significant difference for both
the fixed and random effect model, while for parent report
the fixed effect model only (and not the random model)
indicated a significant difference. Mean age was found
to be a significant moderator (f=0.33, Z=2.34,
p =.019), however mean IQ was not (#=0.30, Z=1.35,
p=.178). It was found that as age increased, so did the
difference in anxiety levels between ASD and clinically
referred youth.

Table 3 displays the results of the meta-analyses
comparing the anxiety levels of children with ASD to var-
ious clinical comparison groups. It was found that
children with ASD have higher anxiety levels compared to
youth with externalizing or developmental problems, but
not compared to youth with internalizing problems. Fur-
thermore, the results for the comparison between ASD and
youth with internalizing problems are inconsistent across
models. That is, no significant difference between youth
with ASD and youth with internalizing problems was found
for the random effect model, while youth with internalizing
problems had significantly higher anxiety levels (small
effect) than youth with ASD when using the fixed effect
model.

Discussion

This study compared the anxiety levels of youth with ASD
to typically developing children and clinically referred
children using a meta-analytical approach. Most important
findings are that: (1) anxiety levels of youth with ASD are
much higher compared to typically developing children
(large effect size difference); (2) anxiety levels of children
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with ASD seem elevated compared to clinically referred
children in general (small effect size difference); (3) the
type of comparison group seems to matter in the direction
that anxiety levels in youth with ASD were found to be
higher compared to youth with externalizing or develop-
mental problems, but compared to children with inter-
nalizing problems results were inconsistent for the fixed and
random model; (4) as IQ increases, so does the difference in
anxiety levels between ASD and typically developing
children, and (5) as age increases, so does the difference in
anxiety levels between ASD and clinically referred children.

The finding that youth with ASD have higher anxiety
levels compared to typically developing children is hardly
surprising. However, youth with ASD also tend to have
higher anxiety levels compared to clinically referred youth
(with a small to medium effect size). Therefore it seems that
children with ASD are more prone for anxiety problems
than other—typically developing and clinically referred—
children. Different explanations for these findings have
been suggested by various authors (see Bellini 2006, who
propose a model for the development of social anxiety in
ASD; Wood and Gadow 2010, who propose a model in
which ASD and anxiety exacerbate each other; van Steensel
et al. (2014) who do not propose an explicit model for the
development of anxiety in ASD but do consider other
family factors (e.g., parental stress/anxiety, parenting
behaviors), next to genetic and ASD-related factors). Taken
together, it is thought that children with ASD have a

neurobiological predisposition which cause ASD-related
difficulties which, in combination with environmental
factors (bullying, parenting, etc.), may lead to anxiety.
However, more (longitudinal) research, examining both
ASD-specific (e.g., theory of mind deficits, severity of
ASD, executive functioning problems, social skills
deficits) as well as more general factors (e.g., stressful life-
events, parental anxiety, parental rearing behaviors) is
needed to understand this complex co-occurrence of anxiety
and ASD.

It was found in this meta-analysis that the difference in
anxiety levels between children with ASD and typically
developing children increased when children with ASD had
higher IQs, and that the difference in anxiety levels between
children with ASD and clinically referred children increased
with age. These results are consistent with other studies
demonstrating that anxiety in ASD is related to an older age
and higher levels of cognitive functioning (e.g., Eussen
et al. 2013; Gadow et al. 2005; Mayes et al. 2011). It may
be that older children with ASD, and children with ASD
who have higher levels of cognitive functioning, are more
aware of their difficulties. In combination with possibly
higher demands of their surroundings to adapt or to ‘fit in’,
this may lead to more stress and higher levels of anxiety.
Therefore, especially high-functioning adolescents with
ASD may be at risk for developing anxiety disorders and it
may be worth to carefully follow and monitor children with
ASD transcending to adolescence.

Table 2 Results of the meta-

analyses comparing the anxiety k Model d SE z ’ ?
levgls of yOUth,With ASI? t.o ASD vs. typically developing youth
typical developing and clinically . -
referred youth Parent + child 64 Fixed 0.78 .0001 6158.87 <.001
Random 0.97 .0742 13.13 <.001
Homogeneity test 5,664,859.99 <.001
Parent 53 Fixed 0.78 .0001 5998.65 <.001
Random 1.21 1051 11.54 <.001
Homogeneity test 6,394,385.12 <.001
Child 33 Fixed 0.91 .0005 1850.99 <.001
Random 0.65 .0669 9.72 <.001
Homogeneity test 297,566.26 <.001
ASD vs. clinically referred youth
Parent + child 35 Fixed 0.23 .0004 590.17 <.001
Random 0.12 .0696 1.76 .077
Homogeneity test 942,390.70 <.001
Parent 29 Fixed 0.26 .0004 645.74 <.001
Random 0.13 .0807 1.62 .105
Homogeneity test 982,528.51 <.001
Child 12 Fixed 0.11 .0009 127.77 <.001
Random 0.22 .0675 3.25 .001
Homogeneity test 49,966.92 <.001
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Table 3 Results' of the met.a— ASD vs. X Model J SE 7 0 »
analyses comparing the anxiety
levels of youth with ASD to Internalizing 12 Fixed —021 0009 —246.90 <.001
various clinical groups (based on
aggregated parent + child Random —0.45 3302 —1.36 175
report) Homogeneity test 1,310,505.96  <.001
Externalizing 9 Fixed 0.20 .0015 136.78 <.001
Random 0.38 1311 2.89 .003
Homogeneity test 54,716.59  <.001
Developmental 14  Fixed 0.43 .0006 769.95 <.001
Random 0.32 .0690 4.65 <.001
Homogeneity test 109,196.76  <.001
Limitations functioning) youth with ASD in terms of clinical relevance,

First, significant heterogeneity across studies was found for
all meta-analyses. An attempt was made to explain this
heterogeneity by including moderators (IQ and age) and by
subdividing the clinical comparison groups. Although these
variables explained some of the heterogeneity, it still
remained significant in all models. Other methodological
factors may account for this heterogeneity; e.g., the use of
different ASD-samples (e.g., community-based vs. clini-
cally referred), or the different instruments that were used
across studies (see Table 1) to assess anxiety (e.g., anxiety
specific questionnaire vs. general behavioral questionnaire).
In addition, the type of informant (parent vs. child-report)
may have played a role. That is, the use of parent-report
seems to lead to larger differences in anxiety levels between
children with ASD and their comparison group than the use
of child reports (see Table 1).

Second, most studies used questionnaires that were not
specific for ASD (Table 1). Although this was needed to
make a valid comparison to the typically developing chil-
dren or to the clinically referred youth, it may also have a
risk for potential measurement bias. That is, symptoms of
ASD and anxiety are not always easy to disentangle and
when parents need to fill in a questionnaire there is no way
of knowing whether a particular symptom (e.g., ‘is afraid to
be among unfamiliar people’) needs to be seen as related to
ASD or to anxiety. Due to this mix-up of symptoms, chil-
dren with ASD may automatically score higher on those
questionnaires and cutoffs of traditional anxiety ques-
tionnaires may need to be adjusted (e.g., van Steensel et al.
2013). In addition, it is questionable whether the construct
of anxiety is similar in youth with ASD. That is, the study
of White et al. (2015a) examined the structure of the Mul-
tidimensional Anxiety Scale for Children (MASC) with and
without ASD and found that while the same factors were
found, the levels and relations among factors were found to
be different. On the other hand, some traditional measures
seem to work quite well for capturing anxiety in (high-

psychometric properties (validity, reliability) and sensitivity
to change (see Lecavalier et al. 2014).

Third, this meta-analysis demonstrated that the type of
comparison group is a relevant factor to consider, however,
the number of studies comparing children with ASD to a
specific clinical comparison group (e.g., youth with exter-
nalizing problems, youth with internalizing problems, etc.)
was rather small and too small to conduct analyses sepa-
rately for child and parent report. In addition, results
regarding the comparison between children with ASD and
children with internalizing problems were inconsistent
across the fixed and random models. That is, while the fixed
effects model yielded a (small) significant difference in the
direction that youth with internalizing problems had higher
anxiety levels, this difference was not found in the random
model (indicating similar anxiety levels). Therefore, more
research comparing groups of children with ASD to specific
clinical samples is needed to draw more definite
conclusions.

Finally, a moderating influence of age and 1Q was found
in this meta-analysis, however, most studies used ASD
groups with normal levels of cognitive functioning and with
mean ages ranging between § and 14 (Table 1). Therefore,
future research should focus on both very young children
with ASD (<6 years) as well as adolescents (>15 years),
and children with lower functioning 1Qs (<70), as they
seem to be somewhat under-represented to date.

Implications

Given the findings of this study—which demonstrate ele-
vated anxiety levels in youth with ASD—it seems important
to develop appropriate screening instruments for anxiety in
ASD, in particular as treatment options (e.g., cognitive
behavioral therapy) are becoming available and are found to
be effective to decrease anxiety in youth with ASD (see
meta-analysis of Sukhodolsky et al. 2013). Nowadays,
instruments to measure anxiety in ASD are not specifically
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developed for children with ASD and although the psy-
chometric properties of these instruments seem acceptable
for youth with ASD (see review of Lecavalier et al. 2014),
for most of these instruments appropriate cutoffs for ASD
are lacking. In addition, it is a challenge to distinguish
anxiety from ASD. Noteworthy is the study of Ozsivadjian
et al. (2012) which examined anxiety triggers and the
impact of anxiety symptoms in children with ASD in a
focus group. They found evidence for both general anxiety
triggers and symptoms (e.g., social worries, specific pho-
bias, avoidance) as well as some ASD-specific triggers and
symptoms (e.g., the intensity and pervasiveness of anxiety,
sensory sensitivities, social difficulties). Furthermore, the
study highlights the impact of anxiety for the daily func-
tioning—not only for the children themselves, but also for
the family. It was even noted that the anxiety might have a
greater impact on the family life than the ASD, resulting in
a further decrease in quality of life (Ozsivadjian et al. 2012).
In accordance, the study of van Steensel et al. (2012)
demonstrated that anxiety problems in youth with ASD
have a negative impact on quality of life, over and above the
ASD symptoms. Taken together, the high levels of anxiety
in youth with ASD found in this meta-analysis—and the
impact of anxiety on the daily functioning of individuals
with ASD as demonstrated by previous studies—stresses
the importance to gain more insight in the nature and
development of anxiety in youth with ASD, as well as the
importance of developing appropriate measures and (pre-
vention) treatments.
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