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Congenital Granular Cell Tumour of the Oral Cavity Causing
Sucking and Feeding Difficulties in a Newborn
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ABSTRACT Congenital granular cell tumors (CGCT) in newborns
are rare benign tumors, growing on the alveolar ridge of the maxillary
bone in newborns, mostly seen in females. Localization in the oral cav-
ity can cause serious sucking problems resulting in nutritional difficul-
ties and respiratory distress. Case is here presented of a female infant
with a birth weight 0of 2,900 g born at 39 weeks gestation age with vagi-
nal delivery. On physical examination, a lesion was observed 50x30x20
mm in size on the alveolar ridge of the maxillary bone protruding from
the mouth. In the follow-up, infant experienced nutritional and breast-
feeding problems but no respiratory distress. Tumor required surgery
because it didn’t regress spontaneously and was causing the nutritional
deficiency. Early surgical intervention of such cases may prevent future
sucking and feeding problems. In addition, CGCT seen in newborns is
histopathologically different from adults, as it isn’t immunoreactive for
S-100 protein.
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OZET Yenidoganlarda konjenital graniiler hiicreli timérler [congenital
granular cell tumors (CGCT)], yenidoganlarda maksiller kemigin al-
veolar sirtinda biiyiliyen, ¢ogunlukla kizlarda goriilen nadir benign tii-
morlerdir. Agiz boslugundaki lokalizasyon, beslenme giligligii ve
solunum sikintisiyla sonuglanan ciddi emme sorunlarina neden olabilir.
Burada, 39 haftalik gebelik haftasinda vajinal dogumla diinyaya gelen
2.900 g dogum agirliginda bir kiz bebek sunulmustur. Fizik muayenede,
maksiller kemigin alveolar sirtinda agizdan ¢ikinti yapan 50x30x20 mm
boyutlarinda bir lezyon gozlenmistir. izlemde bebekte beslenme ve em-
zirme sorunlar1 goriilmiis ancak solunum sikintist yasanmamustir. Timor
kendiliginden gerilemedigi ve beslenme yetersizligine neden oldugu igin
ameliyat gerektirmistir. Bu tiir vakalarin erken cerrahi miidahalesi ileride
olusabilecek emme ve beslenme sorunlarini 6nleyebilir. Ayrica, yeni-
doganlarda goriilen CGCT, S-100 proteini i¢in immiinoreaktif olmadig1
i¢in histopatolojik olarak yetiskinlerden farklidir.

Anahtar Kelimeler: Yenidogan; konjenital graniiler hiicreli timor;
emme problemleri; S-100 immiin boyama

The Greek term “epulis” means “on the gingiva”
and as such, congenital granular cell tumor (CGCT)
was first described as “congenital epulis” by Neu-
mann in 1871.! A CGCT is a rare benign oral cavity
tumor that presents at birth. Generally, females are
affected 10 times more than males. It is seen in the

maxilla 2-fold more than in the mandible. CGCT le-
sions can be of different sizes and can be peduncu-
lated. The nature of this entity is not clear. CGCT is
believed to be of neuronal origin.” It has no malig-
nant potential and sometimes regresses sponta-
neously after birth.> CGCT in newborns is considered
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FIGURE 1: A: The appearance of the tumor in the oral cavity. The lesion is approximately 50x30x20 mm in the alveolar ridge of the maxillary bone in the newborn female.

B: Postoperative appearance of the patient

to be a different entity from adults because of im-
munohistochemical features.*

I CASE REPORT

In this case, a female infant was born at 39 weeks
gestation age by vaginal delivery, with a birth weight
012,900 g. There was nothing remarkable in the fam-
ily history. The Apgar scores were 8 at 1 min and 9
at 5 min. On physical examination, there was ob-
served to be a 50x30x20 mm lesion on the alveolar
ridge of the maxilla bone (Figure 1A, B).

Laboratory results were normal. In the follow-
up, the infant experienced nutritional and breastfeed-
ing problems but no respiratory distress. Surgery was
performed on postnatal day 12 by the plastic recon-
structive and aesthetic surgery department. The le-
sion was excised and sent to a pathology laboratory.
There were no postoperative complications. No re-
currence was observed in the 6-month follow-up of
the patient.

The macroscopic assessment revealed a smooth-
surfaced polypoid lesion 50x30x20 mm in size,
which was covered by gray-white mucosa. The
histopathological findings were reported as a tumor
mass of uniform appearance, consisting of large poly-
hedral histiocyte-like cells with small dark nuclei and
abundant eosinophilic granular cytoplasms (Figure
2A, 2B). The lesion was covered by multilayered
squamous epithelium on the surface; there was no
atypia, necrosis, nor mitosis. No tumor was seen at
the surgical margins. Tumor cells were found to be
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FIGURE 2: 2A) The subepithelial lesion is seen in the eosinophilic granular cytop-
lasm (H&E, x25); 2B) High power field in figure 2A (H&E, x100); 2C) There is im-
munoreactivity with CD68 (IHC, x25); 2D) CGCT is S-100 protein negative (IHC, x25).

positive with the Periodik asit-Schiff stain. There was
immunoreactivity with CD68 [immunohistochemical
(IHCx25)] (Figure 2C). The lesion cells were not im-
munoreactive for S-100 protein, CD1a, and neuron
specific enolas (IHC x 25) (Figure 2D). The parents
gave verbal consent for publication of the case.

I DISCUSSION

The clinical presentation of CGCT includes various
sizes of lobular or oval, sessile, or pedunculated
swelling covered with a flat, normal/reddish mucosal
surface. Large lesions cause a mechanical obstruction
to feeding and breathing in newborns.® The physical
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examination and laboratory tests are normal.® The eti-
ology of this tumor is not known. Generally, the mass
is seen in an alveolar ridge of the maxillary bone in
females. In the current case, a 50x30 mm lesion was
determined on the alveolar ridge of the maxillary
bone in a newborn female.

Differential diagnoses should be made with
other congenital oral lesions. CGCT should be clini-
cally differentiated from other congenital anomalies.*
During pregnancy, oral cavity lesions can be identi-
fied in detail in utero examination. In delivery room
management, oral cavity lesions should be handled
cautiously. Early manipulation may be considered in
the delivery room to provide airway patency and a
complicated approach. Although cases are associated
with polyhydramnios, neurofibromatosis, XXX chro-
mosome, and polydactyly, CGCT is usually an iso-
lated finding.’

The diagnosis must be confirmed by superficial
ultrasound and computed tomography or magnetic
resonance imaging.®In histological findings, CGCT is
characterized by a proliferation of polygonal cells
with eosinophilic, granular cytoplasm, and eccentric,
bland appearing nuclei.” The immunohistochemical
profile of the tumor in newborns is different from that
of adults. There is no pseudoepitheliomatous hyper-
plasia. A positive reaction to carcinoembryonic anti-
gens or Human Leukocyte Antigen (HLA)-DR
antigens differentiates CGCT from other granular cell
tumors. CGCT has been reported to be S-100-nega-
tive, and in the current case, the S-100 protein was
negative.” !

CGCT may rarely cause obstruction of the air-
way. The current case had no difficulty in respiration
but the mass in the oral cavity was causing difficulty
breastfeeding, with impaired sucking and feeding
functions of the newborn. Therefore, oral feeding
could be delayed. If CGCT causes breastfeeding and
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feeding problems, and there is respiratory distress,
emergency surgical treatment is necessary.

Early surgical intervention in such cases may
prevent future sucking and nutritional complications.
Pathologically, a CGCT in newborns is considered
different from the entity in adults, since it is not im-
munoreactive for the S-100 protein. Neonatologists
need to consider CGCT in newborns with oral lesions
and should aim for early diagnosis and referral for
surgical intervention, then after surgery should help
the mother to ensure adequate breastfeeding.
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