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Background: Congenital granular cell epulis (CGCE) is an extremely rare intraoral tumor
of the newborn with a potential to disrupt feeding and produce respiratory distress.

Case Series: We report two newborns presented with mass protruding off the mouth
since birth. The mass was arising from alveolar ridge in both cases and dealt with
surgical excision. Histopathology revealed it congenital granular cell epulis. Postoperative
recovery and follow-up are uneventful.

Conclusion: Congenital granular cell epulis is a benign lesion though not quite
uncommon, may cause diagnostic challenges. Early excision and histopathology rule out

malignant lesions.

INTRODUCTION

Congenital granular cell epulis (CGCE), also known as
congenital epulis, congenital granular cell tumor, gin-
gival granular cell tumor of the newborn, congenital
granular cell myoblastoma, granular cell fibroblasto-
ma, and Neumann’s tumor;[l]is a rare tumor of the
newborn and fewer than 250 cases have been report-
ed in literature.[2] It is characterized by single or oc-
casionally multiple smooth surfaced sessile or pedun-
culated masses with a pink or reddish color, protrud-
ing through the oral cavity with a potential to disrupt
feeding of the newborn and rarely causes respiratory
distress.[3-6] Huge CGCE poses diagnostic challenges
and must be differentiated with intraoral teratoma or
hemangioma. The reasons for diagnostic difficulty are
the rarity of the tumor and the low index of suspicion.
Herein, we present two cases of CGCE in newborns,
managed successfully with surgical excision.

CASE SERIES

Case 1: A full-term female newborn, weighing 2800
grams at birth, presented with an intraoral mass pro-
truding off the mouth. Antenatal scans detected a
mass in the neck of the fetus and teratoma was con-
sidered as diagnosis. Although the newborn had no
respiratory distress, she had feeding difficulty. With
preliminary diagnosis of congenital epulis with differ-

entials of teratoma and hemangioma, the baby was
admitted. On examination, a red, firm mass (6x3 cm)
arising from the left side of the maxillary alveolar
ridge (Fig.1) was found.
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Figure 1: A red, firm mass measuring 6 x 3 cm, arising from

the left side of the maxillary alveolar ridge.

The physical examinations, including laboratory tests,
were normal. The pedicle of the mass was about one
cm wide. The mass was totally excised with needle tip
electrocautery under general anesthesia. There was
not any bleeding and alveolar defect after excision.
The postoperative course was uneventful, and the
newborn allowed breast feeding on the same day after
surgery. The histological examination confirmed the
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diagnosis of CGCE. At one-year follow-up, the baby is
doing fine with no evidence of recurrence.

Case 2: A 1l-day-old newborn girl. weighing 3450
grams, was referred immediately after birth with a
mass protruding off her mouth. Although the course
of pregnancy was normal, a mass arising from the lip
of the fetus was detected on prenatal ultrasonogra-
phy. On examination, a pedunculated, smooth
pinkish mass (4x3 cm) arising from the right side of
the mandibular alveolus was detected (Fig. 2).

Figure 2: A pedunculated, smooth, pink-colored mass of
about 4 x 3 cm in size arising from the right side of the
mandibular alveolus.
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Figure 3: A&B) Tumor composed of round cells with eosino-
philic, granular cytoplasm and small nuclei (arrows). Promi-
nent vascular channels in the tumoral stroma (stars), (H&E,
100X, 400X, respectively). c) PAS (+) cytoplasmic granules in
tumor cells (PAS stain, 400X). d) Tumor cells display no im-
mune reaction with anti-S100 immunohistochemical
antibody (S100 immunohistochemical polyclonal antibody,
DAKO, USA, 400X).
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The mass did not impair breathing of the newborn
but was fed with an orogastric tube. No other findings
were noted on general physical examination. A clini-
cal diagnosis of CGCE was made with the experience
gained from the previous case. The mass was com-
pletely resected under general anesthesia with needle
tip electrocautery. The operation was performed gen-
tly without disturbing the alveolar structure and
there was no bleeding. Oral feeding allowed on the
same day and the baby was discharged next day.
Pathologic evaluation of the tumor confirmed the di-
agnosis of CGCE. The results of immune histochemi-

cal staining were positive for Periodic-Acid Schiff and
negative for S-100, actine, desmin, CD68, CD34,
CD31 as in the previous case (Fig.3). The postopera-
tive period was uneventful. At one-year follow-up, the
baby is doing fine with no evidence of recurrence.

DISCUSSION

CGCE is an extremely rare tumor of the newborn.
Although the tumor usually arises at the future site of
the maxillary canine, it can arise at the mandibular
alveolus in frequently. In addition, it can also be seen
on the tongue more rarely.[4,5] Clinical findings vary
according to the size of the tumor. While small
tumors have almost no signs, large tumors can cause
respiratory and feeding problems. Although two of our
patients had large tumors, both had only feeding
problems. It was noteworthy that in one of the cases
presented, the tumor originated from the maxillary
alveolar ridge, while in the other, it originated from
the mandibular alveolar ridge. On the other hand, it
was compatible with the literature that both were fe-
male.

Prenatal diagnosis is difficult because tumor generally
develops beyond the 22nd week of gestation.[4] In
majority, the prenatal diagnosis of CGCE were made
in late gestation as noted in the index cases. They are
mostly recognized at birth except in cases where the
size of tumor is very small. Differential diagnosis
should include congenital malformations and tumors
such as dermoid cysts, hemangioma, teratoma, fi-
broma, lymphangioma, and rhabdomyoma. [3,5,7]
Although further investigations are recommended by
some authors to confirm the diagnosis and to deter-
mine the concept of treatment such as doppler ultra-
sonography, computerized tomography, and magnetic
resonance imaging;[3] it is unnecessary to perform
the imaging techniques since it mostly causes a waste
of time. The typical appearance of the tumor arising
from maxillary or mandibular alveolar ridge enables
clinical diagnosis in almost all cases. Therefore, we
did not consider performing further investigations in
our reported cases. We preferred surgical excision
first, considering that the tumor can be easily re-
moved.

Characteristic histological findings shown by CGCE
include large round cells with granular, eosinophilic
cytoplasm, and small eccentric nuclei. [8,9] Although
the histogenesis of CGCE is not certain, many au-
thors suggest that is a non-neoplastic, degenerative
or reactive lesion. [5,10] Several theories have been
proposed regarding the origin of the tissue constitut-
ing the CGCE, such as myocytes, neurocytes, fibro-
blasts, histiocytes, pericytes, and undifferentiated
mesenchymal cells. However, the more accepted view
is that the granular cells are derivatives of undifferen-
tiated mesenchymal cells.[6,8,9] Positive immune re-
activity for vimentin in 93% of the reported cases are
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due to the large amount of collagen and collagen pre-
cursors, in addition to that, positivity of mesenchymal
stem cell markers STRO-1 and CD44 in CGCE which
was reported by Kokubun et al.,, also support this
theory.[8]

The histopathologic differential diagnosis of CGCE
consists mainly of adult granular cell tumor (a true
neoplasm), that effects mainly adults. The negativity
of S-100 staining, 75 kD nerve growth factor, and
receptor trk gen product in CGCE excludes the
neurogenic etiology and constitutes the major
differences between two tumors. [5,8,9] S-100
stainings were also negative in the index cases.

Due to rapid growth of the tumor in the last trimester
of pregnancy and female preponderance, many au-
thors suggest that the growth of the tumor could be
related to maternal hormones. Spontaneous regres-
sion of the lesion after birth could also be explained
by this theory. However, the negative results of im-
mune histochemically stainings for estrogen and pro-
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gesterone receptors in tumor cells were evaluated in-
compatible with the theory. [6,8,9]

Although CGCE has an irritating appearance, it is
entirely a benign tumor. Since many clinicians know
the tumor from the literature and most likely have
never seen it before, the main problem is to make the
correct diagnosis. Often a simple surgical excision is
sufficient for the treatment. Radical excision is not
recommended because of the future development of
dentition and alveolar bone damage.
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