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Recurrent aphthous stomatitis as the only clinical sign of celiac disease in
obese adolescent — case report and literature review

Pexypentnu a)TO3HU CTOMATUTHC Ko JeAMHU KIMHUYKY 3HAK LEIHjauyHe

OoaecTn KOJ o0e3Hor aJJ0JICCIICHTA — ITPHUKAa3 OoyiecHUKA U Iperiica JuTcpaType

SUMMARY

IntroductionRecurrent 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 Adolescent aged 15 2/12 years come with very
pronounced RAS in the last 5 months. He had no other
difficulties. Obese from the age of 12. Other data without
peculiarities. On admission, 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 pmol/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). Endoiscopy _revealed reflux
esophagitis, without any other pathological findings.
Stereomicroscopic and pathohistological analysis of the
duodenal mucosa samples ~showed 'mild destructive
enteropathy (Marsh Il1a). Pathohistological examination of
the gastric mucosa revealed grade I-11 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 CB should be considered as well. Additionally,
obesity does not exclude the presence of the CB.

Keywords: recurrent aphthous-stomatitis, celiac disease,
obesity

INTRODUCTION

CAXKETAK

YBoaPekypenthu adrosuu cromarutic (PAC) npeacrasiba
pelaTUBHO Yecy OpajiHy MyKO3HY JIe3H]jy HejacHE eTHOIOTHU-
je. JaBipa ce koI MHAyYe 3ApaBUX 0c00a, aly Uy CKIOIY pa3-
JTUYUTUX UHPEKTUBHUX U HEMH(PEKTUBHUX 000JbFba YKIbY-
yyjyhu 1 nenujauny 6osect (L[B). [Tpukaszyjemo 06e3HOr
amonecuenta ca PAC kao jeqHUM KITHHYKUM 3HaKoM 116.
Mpuxa3 6onecanka Anonecient y3pacra 15 2/12 roquna
Jofla3u ca Beoma uzpakeHum PAC 331X HMeT Mecely.
Jpyre cMeTe HUjeMMao. ['ojazan ox 12. roxune. Ocranu
nopanu 6e3 ocobeHoctr. Ha mpujemy Bucok 165 i (I125),
rojasan (BMU 27 kg/m?), y saBpmiroj hasu mybeprera, ca
cTpHjama y MoApy4jy AUCTAIHHUX MOAPYUja abaoMeHa,
OyTHHA U TIIyTeyca U BEOMa H3paKeHHM O0ITHO OCETIEUBUM
adTama y mopy4jy OykaiHe u TabHjaiHe CIy30K0KEe
npaheHnM 0TOKOM ycaHa U epHopaiHor perrnona. Cem
HYDKET HHBOA cepymckor reokha (8 umol/l), pyruncke
nabopaTopyjcke aHaIN3e KPBH Cy Omiie y pedepeHTHOM
oxBupy. Ceponomku Tect Ha LB je 61o mozutuBan
(amTurena Ha TKHBHY TpaHcriayramunasy IgA 78,5 U/ml,
AHTHEHIOMH3H]yMCKa anTuTena IgA Kiace mo3UTHBHA).
EnnonckonujoM je kKoHcTaToBaH peduryke e3odarutuc, 6e3
JPYTOT MaToJIOMKOT Hasa3a. CTepeoMUKPOCKOIICKA 1
NaTOXMCTOJIOIIKA aHAIN3a y30paKa CIIy30K0XKe TyoJeHyMa
je mokasaina Jakiry IecTpyKTHBHY eHTepomnarijy (Marsh
1112). TTaTOXHUCTOIOIIKUM TIPETIIENOM CITy30KOXKE JKETyIa
yCcTaHOBJBbeH je muMponnTHH racTputuc I-11 cremena.
Vpeasa rect una Helicobacter pylori je 6uo nerarusas.
[Jujera 06e3 riryTeHa pe3ynTHpala je moBIademheM adTOZHOT
CTOMaTUTHCa U 0€3 PelInBa y KACHH]EM TOKY.

3akspyuak Y oKBHpPY AHM(EHIH]jaTHO-T1jarHOCTHKOT
pa3marpama y3poka PAC tpeba y3etu y 063up u 11b.
JonatHo, roja3HOCT He UCKJby4dyje nprucycTBo LIb.
Kibyune peun: peKypeHTHH aTO3HU CTOMATHTHLC,
nenjagHa 0osect, 00e3uTeT

Recurrent aphthous stomatitis (RAS) is a relatively 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 to

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
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and non-infectious diseases, including celiac disease (CD) [1, 6-15]. In addition, RAS is
associated with genetic predisposition, iron and vitamin B12 deficiency, local mechanical
injuries, stress, and hormonal imbalance [16, 17, 18]. We present an obese adolescent with

RAS as the only clinical manifestation that indicated a CD.

CASE REPORT

A boy aged 15 2/12 years referred for examination and treatment due to very
pronounced RAS in the last 5 months (Figure 1 and 2). He had.no other difficulties. Oral
aphthous eruptions were not associated with infection, local trauma, stress, or any other
factor. Personal and family history in terms of allergic diathesis is 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 postprandial heartburn. Other data
from personal and family history without peculiarities. On admission, 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. Erythrocyte
sedimentation rate, C-reative protein, blood count, bilirubin, SGPT, SGOT, creatinine, lipid
profile, creatinine and other laboratory analyzes, except lower serum iron levels (8 umol/l),
were within the reference range. IgA antibodies to tissue transglutaminase (AtTG) were
elevated (78.5 U/ml) and anti-endomysial antibodies IgA positive.

Esophagogastroduodenoscopy revealed reflux esophagitis, without any other
pathological findings. Stereomicroscopic and pathohistological analysis of the duodenal
mucosal samples showed mild destructive enteropathy (Marsh Il1a) (Figure 2).
Pathohistological examination of the gastric mucosa revealed grade I-11 lymphocytic gastritis.

The urease test for Helicobacter pylori was negative. A gluten-free diet resulted in the

DOI: https://doi.org/10.2298/SARH200626062M Copyright © Serbian Medical Society



Srp Arh Celok Lek 2020 | Online First September 8, 2020 | DO https://doi.org/10.2298/SARH200626062M 4

withdrawal of aphthous stomatitis and no recurrence later. In addition, he received
instructions related to the correction of diet and the inclusion of appropriate physical activity
in order to normalize body weight. At the control examination after 3 months, normal values
of serum iron and ferritin were registered, and after 6 months and AtTG. The degree of

obesity, however, remained unchanged.

DISCUSSION

CD is systemic autoimmune diseases 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 DQ?2
and HLA DQ8 genes that play a central role [19]. Although present in all population groups,
the most common is in the white population (~1%) [20]. A basis of the disease and the key
finding in its diagnostics is symptomatic 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 spectrum of
extraintestinal manifestations, including RAS [19, 21-25]. What makes our patient unusual is
the fact that 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 5-month RAS were not related to intercurrent
infections, local mechanical injuries, and stressful situations [10, 13, 14, 16]. Also, he did not
show a tendency to allergic manifestations [13]. Having in mind this fact, regardless of the
boy's obesity, serological screening was performed on CD. 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, enterobiopsy was performed [19]. The morphological appearance of the

small intestinal mucosa, both stereomicroscopically and pathohistologically, was consistent
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with the diagnosis of CD. A gluten-free diet resulted in complete withdrawal of RAS, as
found by other authors [26, 27]. In the further course with a strict gluten-free diet, he did not
have recurrences of aphthous stomatitis. At the control examination after 3 months, normal
values of serum iron and ferritin were registered, and after 6 months AtTG as well.

In conclusion, the combination of RAS and obesity in clinical presentation with CD is
extremly rare. Hence, referring of our experience, CD should be kept in mind, even in obese

patients, as a cause of RAS.

Ethical standards: Written consent for the publication-of this article was obtained from the

patient’s parents.

Conflict of interest: None declared.
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Figure 1. Deep aphthous change treated with gentian violet
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Figure 2. Our patient with steromicroscopic (top) and pathohistological (bottom) appearance

of the small intestinal mucosa
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