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SUMMARY

Introduction Celiac crisis is a rare and life-threatening complication of celiac disease. Although it occurs
in all ages, the most common affects children within the first two years.

Outline of cases We report three infants (two female, one male, age range 9-12) with celiac crises
as an initial presentation of celiac disease precipitated with rotavirus gastroenteritis. Celiac crisis was
preceded by failure to thrive caused by anorexia, occasional vomiting and frequent abundant stools for
4-8 weeks, and 1-2 days before admission with fever, frequent vomiting and profuse watery diarrhea.
They were admitted in a very severe general condition, severely dehydrated, markedly malnourished,
with an enormously distended abdomen, edema of the lower legs and feet, and perianal erythema. After
correction of dehydration and hypoalbuminemia, they were placed on a gluten- and disaccharide-free
diet and within the first two weeks on additional parenteral nutrition. The applied therapeutic measures
resulted in stabilization and further rapid improvement of the patient’s condition. In all three patients
the latex agglutination test for rotavirus was positive, IgA anti-TTG antibodies elevated (58.6-78 U/ml)
and all three were homozygous carriers of the HLA DQ2 gene. Enterobiopsy was performed two weeks
after the admission and total villous atrophy (Marsh Ilic) was registered in all three patients. In the further
course, the complete recovery of the patient was accomplished by a strict gluten-free diet.

Conclusion Our experience indicates that rotavirus gastroenteritis in timely unrecognized classical celiac

disease in infants can lead to celiac crisis.
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INTRODUCTION

Celiac crisis (CC) is a rare life-threatening com-
plication of celiac disease (CD), which is mostly
seen in the first two years of life [1-9]. It is
characterized by a spontaneous or induced acu-
tization of chronic diarrheal disorder followed
by severe hydroelectrolytic, acid-base and
nutritive disbalance [2, 3, 4, 9-13]. Frequent
precipitating factors of the disease in children
involve interecurrent gastrointestinal or ex-
traintestinal infections [1, 2]. We present three
infants with CC, as an initial presentation of
CD precipitated by rotavirus (RV) gastroenteri-
tis. We present three infants hospitalized over
the past 15 years due to CC as an initial presen-
tation of CD precipitated by RV gastroenteritis.

CASE REPORTS
Case 1
A nine-month-old female infant with the data

of frequent and abundant stools, loss of appe-
tite, occasional vomiting and weight loss since

age 7.5 months. Two days before admission
febrile (up to 38.6°C, rectally), does not ac-
cept meals, often vomits and received profuse
watery diarrhea. On admission severely dehy-
drated, noticeably malnourished, somnolent,
adynamic, with cold and cyanotic acral regions,
edema of the foot dorsum and lower limbs, and
perianal erythema. Rectal temperature (RT)
36.1°C, heart rate (HR) 140/min, respiration
rate (RR) 42/minute and blood pressure (BP)
60/35 mmHg. Body length (BL) P 50%, body
weight (BW) -28%. Stool pH 5 and Clini test
+++. Antibodies to tissue transglutaminase
(AtTG) IgA 66.3 U/ml.

Case 2

A 10-month-old male infant admitted due to
severe dehydration, meteorism, and marked
malnutrition followed by generalized hypopro-
teinic edema. According to parents, over the
previous two months he had frequent, abun-
dant, fatty or watery and loose stools, pro-
gressive food aversion, intermittent postpran-
dial vomiting, apathy, irritability and weight
loss. Two to three days before admission he
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developed a sudden increase of fever, persistent vomiting
and profuse watery diarrhea. On admission somnolent,
adynamic, afebrile (RT 36.6°C), HR 146/min, RR 46/min,
deep, BP 55/30 min/Hg, BH P25% and BW -32%. Perianal
erythematous ulcer changes. Stool pH 5, Clini test +++.
ALTG IgA 78 U/ml.

Case 3

A 12-month-old female infant admitted a day after a sud-
den deterioration of one-month diarrheal disorder fol-
lowed by high fever, vomiting, profuse watery diarrhea, se-
vere dehydration and meteorism. On admission adynamic,
apathetic, irritable, subfebrile (RT 37.9°C), HR 148/min,
RR 44/min, BP 70/40 mmHg, BH P25-50% and BW -24%,
edematous dorsum of feet, perianogenital erythema. Stool
pH 5.5, Clini test +++. AtTG IgA 58.6 U/ml.

Nutrition, onset of CD symptoms and blood laboratory
values on admission of the infants with CC are shown in
Tables 1 and 2.

By the method of latex agglutination, in all three chil-
dren we confirmed RV in the stool. Stool examination for
pathogenic bacteria and Giardia lamblia were negative in
all three patients. Cases 1 and 2 had a mild hypertrans-
aminasemia, without hepatomegaly, hyperbilirubinemia
and increased activity of serum creatinine-phosphatase.

After correction of dehydration and hypoalbuminemia,
patients were placed on a gluten- and disaccharide-free
diet and within the first two weeks on additional paren-
teral nutrition. The therapeutic measures resulted in the
stabilization of the patients’ condition followed by gradual
recovery. Due to marked secretory diarrhea, dur-
ing the first ten days the prevention of dehydra-
tion was done intravenously and during the next
seven to ten days i.e., until the normalization
of stool frequency, with oral rehydration solu-
tion (Orosal® 65, Galenika). After two weeks of
treatment, enterobiopsy was performed and in
all three cases the stereomicroscopic and his-
tological examination of the small intestinal
mucosa showed a total villous atrophy (Marsh
IIIc) (Figure 1). Also, all three were homozygous

Table 1. Nutrition and onset of first celiac disease (CD)
symptoms in infants with celiac crisis

Duration of | Age at gluten | Age at onset of
Case | breast feeding | introduction | CD symptoms
(months) (months) (months)
1 1 3.5 7.5
2 1.5 3 8
3 0.25 4 11

Table 2. Blood laboratory values on admission

Lekovic¢ Z. et al.

carriers of the HLA DQ2 gene. On a gluten-free diet and a
four-month-long supplementation of iron and multivita-
min preparations, all three patients completely recovered.

This case report was approved by the institutional eth-
ics committee, and written consent was obtained from the
patients’ parents/caregivers for the publication of this case
report and any accompanying images.

DISCUSSION

We reported about three infants with CC as the initial
presentation of CD precipitated by RV gastroenteritis. In
all three cases CC was preceded by disturbances which
evidently indicated the classical form of CD that was not
timely recognized, while 1-2 days before admission the
infants developed the typical signs of RV gastroenteritis:
increased fever, frequent vomiting and profuse watery di-
arrhea, i.e., osmotic-secretory diarrhea [1, 14]. All three
children were shortly breast fed and two were exposed to
gluten too early, which, in the presence of genetic predis-
position, led to early expression of CD [15-18]. On the
other hand, as Serbian children are not vaccinated against
rotavirus, RV infection occurred at the age 9-12 months,
i.e., in the period of the loss of prenatally acquired passive
immunity, which, associated with the absence of mater-
nal milk protective effect, added to the development of a
severe clinical form of infective enteritis [14, 19-23]. The
common characteristic of both diseases was that the in-
flammatory changes of the small bowel mucosa were most
expressed in the proximal portion of the small bowel, i.e.,
in the segment that plays the central role in the processes

SR |

Figure 1. Male patient in the initial phase of recovery and stereomicroscopic and
histological appearance of the patient’s small intestinal mucosa

BT Sodium Potassium pH* Creatinin Calcium | Magnesium | Phosphate Albumin Hb
(mmol/l) (mmol/l) (umol/I) (mmol/I) (mmol/l) (mmol/l) (g/1) (g/1)

1 129 2.8 7.24 101 1.96 0.66 0.79 22 98

2 122 24 7.21 108 1.79 0.63 0.64 18 84

3 130 29 7.26 98 1.98 0.67 0.76 24 79

*Capillary blood
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of food digestion and absorption [1, 14]. The joint action
of two different types of inflammation, autoimmune and
infective, resulted in the severe damage of the small bowel
mucosa followed by the reduction of its functional surface
and epithelial immaturity [24, 25]. Therefore, the initial di-
arrheal disorder in association with CD complicated by RV
gastroenteritis suddenly resumed a severe clinical course
to enter all three infants into CC. By the correction of hy-
droelectrolytic and acid-base disbalance, albumin deficit
compensation, as well as gluten and disaccharide-free diet,
the condition of the patients stabilized. However, due to the
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prolonged secretory diarrhea and poor nutritional state, all
three patients required a 10-day intravenous hydroelectro-
Iytic and a two-week parenteral nutritional support. Three
weeks of treatment resulted in disaccharide tolerance, so
that gluten-free diet was sufficient to achieve full recovery.

In conclusion, RV gastroenteritis and CD are character-
ized by identical localization of the small intestinal dam-
age. Thus, this infection in infants with timely unrecog-
nized classical CD can lead to CC.
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PoTaBUpPYCHM racTPoeHTEPUTUC Kao npeuunutupajyhu gpaktop uenujauHe Kpuse Kog,
0A0j4aam — Np1Ka3 60NeCHMKA M Npernes nutepatype

3opaH JlekoBuh'?, Bnagumup Pagnosuh'?, HeseHa Josnunh? TopaH Hypuunh'?, Mapuja MnageHosuh?, MBaHa [awwuh?,
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CAMETAK

YBop LlenmjauHa Kpui3a je peTka 1 XMBOTHO yrpoxaBajyha Kom-
navKauuja uenujauyHe 6onectu. Mako ce jaBrba y cBum fobrma,
Hajuewwhe noraha geLy yHyTap NpBe fBe rogvHe.

Mpuka3s 6onecHuKa MprKasyjemo Tpu ofojueTa (gBa eHcKor
1 jefHO MyLLKOT Nona, y3pacTa 9-12 mecewm) ca LenmjayHom
KPM30M Kao UHMLMjaiHOM Npe3eHTaLmjoM LienrjayHe 6onectu
npeunnuTUpaHy poTaBUpPYCHUM ractpoeHTeputucom. Lienvjau-
HOj Kpy3K je npeTxoamo nopemehaj HanpeoBarba y3pOKOBaH
aHOpPeKCUjom, MoBpeMeHUM noBpaharbemM 1 YECTVIM OOVITHUM
cTonuuama 4-8 Hepesba 1 1-2 faHa npe npujema NoBULLIEHa
Temneparypa, Yecto noBpahame 1 npodysHa BofeHa Anjapeja.
Opojyaa cy NpumbeHa y BPJIO TELKOM OMLUTEM CTakby, TELIKO
AexXnapripaHu, M3pasnto NOTXpareHu, cCa EHOPMHO ANCTEHAN-
paHuM TPBYXoM, efeMOM NOTKOEHMLIE 1 CTOMaNa U NepraHar-
HUM eprTeMOM. HakoH KopeKLmje aexvapaLiuje 1 xunoanbymu-

DOI: https://doi.org/10.2298/SARH200802101L

HeMuje, CTaBJbeHU Cy Ha AujeTy 6e3 ryTeHa 1 fucaxapupa v
YHyTap npBe [Be Heflerbe Ha JoAaTHY NapeHTepanHy UCXpaHy.
lMprimerbeHe Tepanujcke Mepe cy pesynTupane ctabunmsavmjom
1y AarbemM TOKy 6p3vim noborbluakbem cTarba 6onecHuka. Kog
CBa TpU 6oNecHMKa laTeKC aryTUHALMOHM TECT Ha POTaBUPYC
6110 je NO3UTKBAH, aHTUTENa IgA aHTU-TTG noBuLeHa (58,6-78
U/ml) v cBa Tpn cy 61N XOMO3MrOTHU HoCKoum reHa HLA DQ2.
EHTepobuoncuja je ypaheHa fBe Heaerbe nocsie nprjema 1 Kog
cBa Tpy 6onecHuKa je permcTpoBaHa ToTanHa BUO3Ha aTpo-
dwja (Marsh llic). Y nareem ToKy, Ha CTPOroj Aunjett 6e3 rnyTeHa,
ycnenmo je noTnyHM onopaBak bonecHrKa.

3aksbyyvak Halla nckycrBa yKkasyjy Aa poTaBUPYCHU racTpoeH-
TepUTUC KOZ 61aroBpeMeHo Henpeno3HaTe KnacuyHe Lenvja-
UHe 6oNecTU Kof 0fojUeTa MOXe [OBECTY [0 LiefnjauHe Kpuse.
KmbyuHe peun: LenvjauHa Kpu3a; ofojyaj; PoTaBUPYCHM ra-
CTPOEHTEPUTIC
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