CASE REPORT

L)

Check for
updates

https://doi.org/10.5125/jkaoms. 2022.48.6. 382
PISSN 2234-7550 - eISSN 2234-5930

Congenital epulis in a newborn
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Abstract (J Korean Assoc Oral Maxillofac Surg 2022;48:382-385)

Congenital epulis (CE) is an extremely rare benign tumor of the gingiva that is found on the alveolar ridge of newborns, and the main treatment option

is simple excision. Postoperative prognosis is very good, and spontaneous regression may occur despite incomplete excision. This report presented a

rare case of CE and its healing process after surgery under local anesthesia. The treatment plan was decided upon through consultation between a medi-

cal team and the patient’s family, with surgical excision for the main lesion, which benefitted from surgery, and follow-up for a very small-sized lesion,

which was thought to be appropriate for a newborn. No recurrence was found after its removal, and favorable healing was observed.
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|. Introduction

Congenital epulis (CE) is an extremely rare benign tumor
of the gingiva that is found on the alveolar ridge of newborns,
and its etiology or pathogenesis remains unclear'. CE occurs
mainly on the maxillary ridge with a female predilection,
and its incidence rate is as low as 6/1,000,0007. Depending
on its size, the tumor can induce disturbances in feeding and
respiration. CE is generally treated by surgical excision, and
recurrence is uncommon’.

Il. Case Report

A 2-day-old female infant was referred from the Depart-
ment of Pediatrics to the Department of Oral and Maxillofa-
cial Surgery for evaluation and treatment of an intraoral mass.
The patient was born by spontaneous vaginal delivery 31
hours after premature rupture of the membranes at 39 weeks’
gestation. The infant weighed 3,160 g and was hospitalized in
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the newborn intensive care unit (NICU), where she received
phototherapy for hyperbilirubinemia.

Intraoral examination revealed a 1-cmx1-cm-sized,
smooth-surfaced pedunculated mass on the right mandibular
alveolar ridge. Postero-lingually, about 2-mm-sized small
mass was also identified in the sublingual region.(Fig. 1) The
patient’s mother complained of discomfort during breastfeed-
ing, and the location of the mass was found to be unfavorable
to breastfeeding. Since it was thought to be advantageous to
remove the lesion during hospitalization in the NICU, a treat-
ment plan for surgical excision under local anesthesia was
decided upon, after consultation between a medical team and
the patient’s family.

The surgery was performed in the NICU at a bedside by
excising the main lesion using an electrocautery device under
local anesthesia.(Fig. 2) It was decided to follow up on the
sublingual mass, considering that its small size reduced the
benefit of surgical intervention. Postoperatively, the wound
showed good healing with no significant complications or
signs of infection.

Histopathological examination revealed granular tumor
cells with abundant cytoplasm upon H&E staining.(Fig. 3)
Tumor cells were negative for S-100 protein; sustentacular
cells that support tumor structure were observed in the basal
layer between the tumor cell nests.(Fig. 4) Finally, a diagnosis
of CE was rendered. Five months after surgery, the patient’s
mandibular ridge showed good healing without a defect, and

its width and height were normal.(Fig. 5) Complete regres-
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Fig. 1. Initial clinical photography. A 1-cmx1-cm-sized, smooth-
surfaced pedunculated mass on the right mandibular alveolar
ridge and postero-lingually; about 2-mm-sized small mass also in
the sublingual region.
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Fig. 2. The lesion being excised with an electric cautery device
during surgery.
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sion occurred in the sublingual lesion upon follow-up.
Good healing of the surgery site was also observed one
year after surgery.(Fig. 6)

lll. Discussion

Yuwanati et al.* reported that CE occurs twice as com-
monly in the maxillary ridge as in the mandibular ridge, and
the most common site is the canine region. Although a female
preponderance has been reported, no direct association with
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Fig. 3. The microscopic features of histopathological examination
revealed granular tumor cells with abundant cytoplasm upon H&E
staining (x100).
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Fig. 4. Immunohistochemical properties of lesion cells were nega-
tive for S-100 protein. Sustentacular cells that support tumor
structure were observed in the basal layer between the tumor cell
nests (x100).
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specific hormones has been identified, since endogenous
hormone receptors have not been found in the lesions®. Vered
et al.” stated that CE is regarded as a reactive lesion to local
metabolism or irritation, showing no neoplastic features. The
word “epulis” of CE signifies the hyperplastic gingival tissue.

CE mainly presents as a single mass; only 10% of the cases
are observed as multiple lesions’. CE may be mainly smooth,
pedunculated, or sometimes lobulated, and has a fleshy pink

. . . 6
color, and its size varies from several mm to 9 cm’. CE can
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Fig. 5. Clinical photography taken five months after surgery. Man-
dibular ridge showed good healing without a defect, and its width
and height were normal.
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be detected using magnetic resonance imaging and ultrasound
as prenatal images before childbirth, but prenatal imaging
study can be used as an aid to diagnosis and is not critical for
differential diagnosis with other intraoral masses’. The patho-
genesis of CE has not been established. The possibility of a
neurogenic origin has been suggested’. In an electron micros-
copy study, similarities to stromal cells such as fibroblasts
and histiocytes suggest the possibility that CE has a reactive
origin’.

CE is known to occur alone with no associations with spe-
cific congenital anomalies'’. CE should be distinguished from
granular cell tumor (GCT), which has histological similar-
ity. GCT occurs mainly in adults, and the common intraoral
site is the tongue. The main features of CE that distinguish
it from GCT are tumor location, patient age, the absence of
cytoplasmic hyaline granules, solid growth pattern, and nega-
tivity for S-100 staining*. GCT also shows an indolent aspect,
but the distinction between CE and GCT is significant as it is
reported as malignant in about 0.5% to 2% of cases'".

Regarding treatment, several CE cases showing spontane-
ous regression have been reported'”. However, the possibility
of difficulties in breathing and feeding should be considered,
which may warrant surgical excision, depending on tumor
size, or close follow-up. There has been a report of a case of
dysphagia caused by blockage of the oral cavity of a child by
CE".

The main treatment option for CE is simple excision under
local or general anesthesia. Postoperative prognosis is very
good, and spontaneous regression may occur despite incom-
plete excision'*.

This report presented a rare case of CE and its healing
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Fig. 6. Clinical photography taken one year after surgery. Man-
dibular ridge showed good healing.
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process after surgery. No malignant transformation and recur-
rence were found after its removal, and favorable healing was
observed without intraoral structural and functional disorders.
The treatment plan was decided upon through the consulta-
tion between a medical team and the patient’s family, with
surgical excision for a main lesion, which benefitted from
surgery, and follow-up for a very small-sized lesion, which
was thought to be appropriate for a newborn.

Considering the present case and previous literature, surgi-
cal excision may be conducted to prevent feeding and breath-
ing disturbances depending on tumor size, and small-sized le-
sions can be followed-up without surgical intervention, with

the anticipation of spontaneous regression.
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