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Abstract

Case Report

Congenital Granular epulis is a rare soft tissue lesion of the newborn. It presents as a benign mass lesion in oral cavity,
most commonly arising from the alveolar processes. It is composed of sheets and nests of cells with abundant granular
cytoplasm [1]. Here, we report a case of congenital epulis in a seven day old newborn female child, which were
multiple, and present on the right upper and right lower gingiva since birth.
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INTRODUCTION

According to world health organization
(WHO) classification, congenital gingival granular cell
epulis (CGCE) is also known as congenital epulis,
congenital epulis of the newborn, congenital gingival
granular cell tumor, Neumann’s tumor [2].Congenital
granular cell epulis affects newborn. Most cases
commonly showing female preponderance [3]. Most
cases develop on the maxillary anterior alveolar
process, although it can occur on the mandibular
process also [4]. Clinically, Congenital granular cell
epulis predominantly presents as a smooth surfaced
sessile or pedunculated soft tissue mass of normal or
reddish colour mucosa, with varying size ranging from
<1 cm to several centimetres in diameter [2-5]. Hence,
this tumor due to varying size may cause obstruction in
respiration and feeding [6]. Congenital epulis is
although a rare tumor of newborn, the presence of
multiple masses over various sites is still a rarer, having
been reported in approximately 10% of cases [7].
Thereby, we report a rare case of congenital granular
cell epulis, with multiple masses describing the clinical,
radiological, histopathological and
immunohistochemical profile.

CASE REPORT

A seven day old newborn female child
presented to our hospital with swelling in the right
lower jaw and right upper jaw since birth. The baby
also complained of fever with chills and cough with
yellowish coloured sputum since birth. There was

difficulty in feeding. There was no history of trauma.
No significant past or family history was noted.

On examination, the general condition was
moderate with stable vitals. On local examination, a
round soft mass of size 1.3x1.5cm was located on right
lower jaw, and two swellings of size 0.5x0.5cm over
right upper jaw. All the laboratory tests were within
normal limit.

Imaging findings: A CT Brain (Plain+contrast)
was performed and axial sections of the brain were
obtained. The CT Brain (Plain+contrast) revealed a well
defined smooth walled homogenously enhancing soft
tissue attenuation lesion measuring 11x16x10 mm
(APXTRXCC), seen in the right paramedian lower jaw
region most likely arising from the alveolus (Figure-1).
The CT impression was given as right lower jaw benign
neoplastic mass, possibly congenital epulis; requiring
histopathological confirmation.

Fig-1: CT Brain (Plain+contrast)
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The tumor was completely resected by surgical
excision following anaesthesia. The intra operative
findings were as follow; a 2x2x0.5 cm soft swelling
arising from right lower alveolus and two tiny swellings
approximately 4x3 mm were seen arising from right
upper alveolus with no bony involvement. Post
operative period was uneventful and newborn was
tolerating feeds well.

The specimens were fixed in 10% formalin
and sent for histopathological examination. We
received masses in two containers. Container one was
labelled as ‘right lower alveolus mass’ containing a
single, white, firm, well circumscribed, slightly
lobulated mass measuring 1.5x1x0.5 cm. The cut
surface was white, homogenous, firm. The second
container was labelled as ‘right upper alveolus mass’
containing two grey white tissue bits measuring
0.5x0.2x0.1cm respectively (Figure 2 & 3).

Fig-3: Single right lower alveolar mass

Microscopic examination of the hematoxylin
and eosin (H&E) sections from both the masses
revealed similar histological features. Sections showed
a benign nodular lesion focally covered by stratified
squamous epithelium (Fig-4). The underlying sub-
epithelium showed a tumor composed of sheets of
polygonal to oval cells with small vesicular nuclei and
abundant granular eosinophilic cytoplasm. The tumor

showed increased vascularity (Fig 5 & 6). The
histologic findings from both the masses were
consistent with the diagnosis of congenital granular cell
epulis. There was no evidence of atypia or malignancy
in the sections studied.
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Fig-6: H&E stain, x100
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Fig-7: PAS stain, x 100

Special stain  and  Immunohistochemical
finding: Positive staining was found for Periodic Acid
Schiff stain, a glycogen marker (Fig-7). S-100 stain was
negative. Hence, these findings were consistent with
congenital granular cell epulis.

DiSCuUsSION

This benign tumor which appears rarely has
different names such as congenital epulis (CE),
congenital gingival granular cell tumor of the newborn,
or Neumann's tumor [2].

Usually, it appears as a single lesion, but in
10% cases it may arise from multiple locations
simultaneously [8]. Thus in our case, the lesion
occurred in multiple locations along right lower jaw and
upper jaw also. The size of the tumor may vary from a
few millimeters to several centimeters in diameter. Due
to the difficulty in swallowing and postnatal feeding,
due to difficulties in breathing, multiple lesions may
cause severe problems in neonate. Our case of a
Congenital epulis was a female newborn diagnosed
with three pedunculated masses, single soft swelling
arising from right lower alveolus and two tiny swellings
were seen arising from right upper alveolus, which
caused difficulty in feeding.

The most common site of the origin is
maxillary alveolar process. Other sites are tongue,
palate, skin, subcutaneous tissue, skeletal muscles.
About 90% cases are seen in female neonates with a
female: male ratio of 8:1. It has no tendency of local
recurrence or malignant transformation [9].

Histologically, congenital epulis is similar to
the adult granular cell tumor. They are both composed
of large round cells with abundant granular cytoplasm
and small eccentric nuclei with occasional small
nucleoli. There is a prominent vascular stroma with
perivascular lymphocytes and histiocytes. In contrast to
adult  granular cell tumors, there is no
pseudoepitheliomatous hyperplasia of the overlying

squamous mucosa in congenital epulis, and no nerve
bundles are seen within this lesion. Furthermore,
congenital epulis was shown to be consistently negative
when immunostained with S-100 protein, in contrast to
adult granular cell tumors, which are derived from
Schwann cells [10]. Similarly, in our case the tumor
was negative for S-100 protein, thus confirming the
diagnosis of Congenital epulis.

The gross differential diagnosis of oral cavity
lesions in the newborn includes hemangioma,
lymphangioma, teratoma, pigmented neurectodermal
tumor of infancy, rhabdomyoma and rhadomyosarcoma
[11].

Because of the multiple locations, increased
size of the tumor, and risk of interference with
breathing and feeding, complete surgical excision is the
treatment of choice. Recurrence rarely occurs, and the
prognosis is reported to be excellent [12]. Spontaneous
regression has been reported in isolated few cases and
may occur even in case of incomplete resection [13].

Even though it is a benign lesion, but due to
multiple locations it may obstruct the oral passage by its
size and induce breathing and feeding problems. Delay
in operation may cause airway obstruction and feeding
difficulty. The tumor should be removed during the
immediate postnatal period, which was done in our
case.

CONCLUSIONS

Congenital granular cell epulis is a benign
tumor occurring predominantly in the alveolar
maxillary ridges of newborn, with the occurrence of
multiple locations is rare. The multiple lesions are of
concern, since it may cause interference in feeding and
breathing. Hence, clinical follow-up with accurate
diagnosis and appropriate treatment is necessary in such
conditions.
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