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Recurrent aphthous stomatitis as the only clinical
sign of celiac disease in an obese adolescent — case
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SUMMARY

Introduction Recurrent aphthous stomatitis (RAS) is a relatively common oral mucosal lesion of unclear
etiology. It occurs in otherwise healthy people, but also in various infectious and non-infectious diseases,
including celiac disease (CD). We present an obese adolescent with RAS as the only clinical sign of CD.
Case outline An adolescent aged 15 2/12 years come with very pronounced RAS in previous five months.
He had no other difficulties. The patient was obese from the age of 12. Other data were without pecu-
liarities. On admission he was 165 cm tall (P25), obese (BMI 27 kg/m?), in the final stage of puberty, with
stretch marks in the distal areas of the abdomen, thighs and gluteus and very pronounced pain-sensitive
aphthae in the buccal and labial mucosa accompanied by swelling of the lips and perioral region. Except
for lower serum iron levels (8 umol/l), routine laboratory blood tests were within the reference range. The
serological test for CD was positive (antibodies to tissue transglutaminase IgA 78.5 U/ml, anti-endomysial
antibodies IgA positive). Endoscopy revealed reflux esophagitis, without any other pathological find-
ings. Stereomicroscopic and pathohistological analysis of the duodenal mucosa samples showed mild
destructive enteropathy (Marsh llla). Pathohistological examination of the gastric mucosa revealed grade
Il lymphocytic gastritis. The urease test for Helicobacter pylori was negative. A gluten-free diet resulted
in the withdrawal of aphthous stomatitis and no recurrence later.

Conclusion Within the differential diagnostic analysis of the RAS causes, CD should also be considered.
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Additionally, obesity does not exclude the presence of CD.
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INTRODUCTION

Recurrent aphthous stomatitis (RAS) is a rela-
tively common oral mucosal lesion [1-5]. It
occurs in children as well as in adults and the
elderly [1, 2]. The most common age of onset
is the second and third decade of life, becoming
less common with advancing age [1]. It is slightly
more common in females than in males [3]. In
the United States, it is found in 0.89-1.64% of
the general population, and in some countries
even more often [1]. The cause of RAS is not
clear [1, 3]. It is seen in otherwise healthy people,
but also in various infectious and non-infectious
diseases, including celiac disease (CD) [1, 6-15].
In addition, RAS is associated with genetic pre-
disposition, iron and vitamin B12 deficiency,
local mechanical injuries, stress, and hormonal
imbalance [16, 17, 18]. We present an obese ado-
lescent with RAS as the only clinical manifesta-
tion that indicated CD.

CASE REPORT

A boy aged 15 2/12 years referred for exami-
nation and treatment due to very pronounced

RAS in previous five months (Figures 1 and
2). He had no other difficulties. Oral aphthous
eruptions were not associated with infection,
local trauma, stress, or any other factor. Per-
sonal and family history in terms of allergic di-
athesis was negative. Standard local therapeutic
measures did not give the desired effect. From
the age of 12, he began to gain weight. Also,
he complained of occasional episodes of post-
prandial heartburn. Other data from personal
and family history without peculiarities. On
admission, the patient was 165 cm tall (P25),
obese (BMI 27 kg/m?), in the final stage of
puberty, with stretch marks in the distal areas
of the abdomen, thighs, and gluteus, and very
pronounced pain-sensitive aphthae in the buc-
cal and labial mucosa accompanied by swell-
ing of the lips and perioral region. Erythrocyte
sedimentation rate, C-reactive protein, blood
count, bilirubin, serum glutamic pyruvic trans-
aminase, serum glutamic oxaloacetic transami-
nase, creatinine, lipid profile, creatinine, and
other laboratory analyses, except lower serum
iron levels (8 umol/l), were within their refer-
ence ranges. IgA antibodies to tissue transglu-
taminase (AtTG) were elevated (78.5 U/ml) and
anti-endomysial antibodies IgA positive.
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Figure 1. Deep aphthous change treated with gentian
violet

Figure 2. Our patient with steromicroscopic
(top) and pathohistological (bottom)
appearance of the small intestinal mucosa b

Esophagogastroduodenoscopy revealed reflux esopha-
gitis, without any other pathological findings. Stereomicro-
scopic and pathohistological analysis of the duodenal mu-
cosal samples showed mild destructive enteropathy (Marsh
IITa) (Figure 2). Pathohistological examination of the gas-
tric mucosa revealed grade I-II lymphocytic gastritis. The
urease test for Helicobacter pylori was negative. A gluten-
free diet resulted in the withdrawal of aphthous stomatitis
and no recurrence later. In addition, he received instruc-
tions related to the correction of diet and the inclusion of
appropriate physical activity in order to normalize body
weight. At the control examination after three months,
normal values of serum iron and ferritin were registered,
which was also the case with AtTG after six months. The
degree of obesity, however, remained unchanged.

DISCUSSION

CD is a systemic autoimmune disease induced by gluten
and related prolamins of wheat, rye, and barley [19]. It
occurs as a result of a polygenic predisposition in a set of
HLA DQ2 and HLA DQ8 genes that play the central role
[19]. Although present in all population groups, it is most
common in the white population (~1%) [20]. The basis of
the disease and the key finding in its diagnostics is symp-
tomatic or asymptomatic gluten-sensitive enteropathy, a
nonspecific inflammation of the small intestinal mucosa
that disappears on a gluten-free diet [19]. In addition to
enteropathy, the disease is also characterized by a full spec-
trum of extraintestinal manifestations, including RAS [19,
21-25]. What makes our patient unusual is the fact that
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RAS was the only sign to indicate CD. In addition, he was
obese, which is also atypical for CDs [19]. According to
the data obtained from the father and the boy himself,
the eruptions to the standard local therapy-resistant five-
month RAS were not related to intercurrent infections, lo-
cal mechanical injuries, and stressful situations [10, 13, 14,
16]. Also, he did not show a tendency to allergic manifesta-
tions [13]. Having in mind this fact, regardless of the boy’s
obesity, serological screening on CD was performed. Since
AtTG IgA were elevated (78.5 U/ml) and anti-endomysial
antibodies IgA positive, in accordance with the criteria
of the European Society for Pediatric Gastroenterology,
Hepatology, and Nutrition for the diagnosis of CD, entero-
biopsy was performed [19]. The morphological appearance
of the small intestinal mucosa, both stereomicroscopically
and pathohistologically, was consistent with the diagnosis
of CD. A gluten-free diet resulted in the complete with-
drawal of RAS, as found by other authors [26, 27]. In the
further course with a strict gluten-free diet, the patient did
not have recurrences of aphthous stomatitis. At the control
examination after three months, normal values of serum
iron and ferritin were registered, which was also the case
with AtTG after six months.

In conclusion, the combination of RAS and obesity in
clinical presentation with CD is extremely rare. Hence, in
our experience, CD should be kept in mind, even in obese
patients, as a cause of RAS.
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PeKypeHTHN apTO3HU CTOMATUTMC Kao jeAUHM KNMHWUKM 3HaK LenunjauHe 6onectu
Kog, 06e3Hor afonecueHTa — npukas 60n1ecH1Ka 1 npernea amteparype
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CAXETAK

YBop PekypeHTHM adpTo3HM cTomaTuTuc (PAC) npeacTaBrba pe-
NaTMBHO YeCTy opaJiHy MyKO3HyY Nie3ujy HejacHe eTronoruje.
JaBrba ce Kop nHaye 3apaBux 0coba, anu 1y CKIIoMy pasnnyu-
TUX UHOEKTUBHUX 1 HEMHDEKTUBHUX 000/berba, YKIbyuyjyhin n
uenujauHy 6onect (Lip). Mpuka3syjemo obe3Hor agonectieHTa ca
PAC Kao jedUHWUM KNUHNYKMM 3HaKoMm LIb.

Mpukas 6onecHnka AgonecueHT y3pacta 15 2/12 rognHa go-
nasu ca Beoma nspaxeHum PAC nocnefrbunx net meceuu. ipyre
CMeTHe Huje nMao. [ojasaH je og 12. roguHe. OcTanu nogaum
6unm cy 6e3 ocobeHocTn. Ha npujemy je Bucok 165 cm (M25),
rojasaH (BMW 27 kg/m?), y 3aBpLuHOj pa3u mybepTeTa, Ca cTpuja-
Ma Yy MoApyujy ANCTaNHMX noapyyja abgomeHa, byTrHa v rnyTe-
yca 1 Beoma V3paxeHuM 6051HO oceT/bmBrM adTama y moapyyjy
6yKanHe 1 nabujanHe cny3oKkoxe npaheHrM OTOKOM ycaHa 1
nepuopanHor permoHa. Cem HUXKer H1MBOa cepyMcKor reBoxha
(8 umol/l), pyTrHcKe nabopaTopujcke aHanun3se KpBu cy bune
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y pedepeHTHOM OokBUMpY. Ceponolukm TecT Ha LIb je 6ro no3u-
TVBaH (aHTUTeNa Ha TKUBHY TpaHCcriyTamuHasy IgA 78,5 U/ml,
AHTVeHLOMU3MjYMCKa aHTUTeNa IgA Knace no3mTuBHa). EH-
BOCKONMjOM je KOHCTaToBaH pediyKc esodarutic, 6e3 apyror
MaTonoLwWKor Hanasa. CrepeoMUKPOCKOMCKa 1 MaToXMCTOMOLIKa
aHann3a y3opaka Ciny30Koxe fyofAeHyMa Cy nokasase nakiy
BeCTpyKTUBHY eHTeponaTujy (Marsh llla). MaTtoxucTonowkmm
Npernefom ciy3oKoXe »enyLa YCTaHOBIbeH je NMMGOLUTHY
ractputuc I-ll cteneHa. YpeasHu tect Ha Helicobacter pylori je
610 HeraTuBaH. [lnjeTa 6e3 rnyTeHa pe3ynTupana je nonayetby
adTO3HOr CTOMATUTICA U HMje 610 peLmanBa y KacHMjeM TOKY.
3akibyuak Y okBupy audeHumjanHo-A1jarHoCTUKOT pa3ma-
Tpatba y3poka PAC Tpeba y3etn y 063up 1 LIB. logatHo, rojas-
HOCT He UCK/byuyje npucycTso Lib.

KmbyuHe peun: peKkypeHTHN apTO3HM CTOMATUTUC; LiennjadyHa
6onect; obesuTeT
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