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ABSTRACT

IS0

Congenital epulis is a rare benign tumor of the newborn that could
be detected in the prenatal period. Females are more often affected
than males and the premaxillary region is usually the predilection
site for this oral mass. Excision is the treatment of choice and no
recurrences have been reported so far.

We present our experience with two cases of congenital epulis,
detected in the second trimester of gestation and treated shortly after
birth with no further complications. Histopathology should
differentiate between congenital epulis and other congenital oral
tumors even if its clinical appearance is usually enough to make a
tentative diagnosis.

A multidisciplinary assessment in the management of this tumor can
avoid unwanted complications such as airway obstruction or
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bleeding.

Introduction

Congenital epulis (CE, from the Greek word — epulis/
epulides, meaning “swelling of the gingiva”) is a rare
benign tumor, usually solitary and pedunculated, most
frequently noticed at the level of the jaw, on the gingival
mucosa of the anterior alveolar ridge of the maxilla or
mandible. This is also known as Neumann’s tumor (as
Neumann E. first described it in 1871) or congenital
gingival granular cell tumor [1]. The etiology remains
unknown, but because CE has a predilection for female
newborns (10:1 females: males), some researchers
presumed a possible endogenous hormonal intrauterine
influence [2,3].

The tumor size varies widely with a predilection for the
upper jaw, in the incisive or canine alveolar ridge region
(3:1 maxilla: mandible) [2,3]. The tumor is usually firm,
and it has normal-appearing overlaying mucosa. Large

lesions may interfere with respiration, feeding or adequate
closure of the mouth [1,2]. Esthetically, congenital
epulides can be alarming, especially to the child’s parents
due to their large size [3]. However, multiple simultaneous
intraoral locations of the CE have also been reported [4].
Congenital oral tumors of the newborn are rare, and they
are usually recognized after birth.

Prenatal diagnostic technique progress makes their
identification more precocious [5]. MR imaging is useful
to differentiate congenital epulis from other masses of the
oral cavity, thereby providing important information for
surgical planning [4]. The histopathological examination
helps making the final diagnosis, differentiating CE from
other similar congenital oral tumors, such as epignathus,
hemangioma, fibroma, granuloma, rhabdomyoma,
rhabdomyosarcoma, lymphangioma, Epstein pearls or
exceptional cases such as infantile hemangiopericytoma
[6-8].
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Case Presentation

We present our experience with congenital epulides by
presenting the 2 cases we managed in our clinic. Antenatal
diagnosis, clinical presentation, treatment, follow-up and
illustrative clinical pictures are presented. As the
admissions and surgical treatment were performed during
the COVID-19 pandemic, all the general measures were
taken in order to prevent the nosocomial transmission of
the novel coronavirus infection: PCR testing 24 hours
before admission, social distancing, frequent washing and
disinfection, mask wearing by the medical personnel and
patients older than 6 years, according to the established
regulations of the country. As the preoperative testing of
surgical patients with RT-PCR for SARS-CoV-2 is
associated with a false negative rate of 10% up to 30%,
wearing complete PPE, limiting elective hospitalizations,
spacing surgeries with keeping 30 min-1 h between them
is recommended [9].

In both cases, the informed consent was obtained from
the parents’ patients upon admission to our center, after
reasonable disclosure presenting the most relevant
information and risks associated with the procedure [10].

Caseno. 1

A female newborn, delivered by C-section at 40 weeks
(Apgar score 9), weighing 2,850 g, referred to our clinic
few hours after birth for a large tumor extruding from the
anterior part of the mandible. The tumor did not interfere
with breathing or swallowing. The intraoral mass was
diagnosed prenatally by ultrasound in the 26th week of
pregnancy.

The clinical examination revealed an extra-oral,
pedunculated, firm, reddish, 40/40 mm tumor of the lower
jaw. The tumor was raising from a narrow stalk at the level
of lower left incisor (Figure 1). Feeding was difficult and
spontaneous rupture was taken into account.

We performed the complete excision of the tumor and
no further complications have been reported one year later.
The histopathological examination indicated CE.

w e .
Figure 1. Postnatal clinical picture of CE of the
lower jaw

Case no. 2.

A 3l-year-old pregnant woman (20 weeks of
gestation), referred to our clinic for counseling over an oral
fetal mass detected by ultrasound (Fig. 2-A). A subsequent
MRI, performed at 21 weeks of gestation, described an
apparently pedunculated large tumor of the upper jaw
(Fig.2-B). Considering the possibility of spontaneous
rupture or asphyxiation, a decision of C-section in the
presence of the pediatric surgical team was taken. A female
baby was born at 37 weeks of gestation. We noted a 5/4.5
cm reddish, rounded, pedunculated tumor arising from the
upper left incisive region (Fig.2-C). No breathing, feeding
or bleeding problems were noted. The next day, the tumor
was resected under general anesthesia. The HP exam
revealed CE. No complications were noted 6 months later.

Figure 2. Prenatal Imaging (A-ultrasonography and B-
fetal MRI) and postnatal aspects (C) of upper jaw CE

Discussions

Epulides are benign solid tumors, often pedunculated.
They are usually flesh-pink colored and in 10% of the
cases, multiple lesions have been noticed. Malignant
transformation or recurrence after resection has not been
reported so far [1]. Spontaneous regression of epulis is
suggested and may be considered in newborns with small
lesions which do not interfere with breathing, respiration
and with compliant families [11,12].

Dental anomalies have not been reported in association
with CE [10], but isolated cases report CE together with
polydactyly, goiter, triple X syndrome, polyhydramnios,
maxillary hypoplasia or neurofibromatosis [13]. Mirror
coexistent lesions on both upper and lower alveolar ridges
on the same side have also been reported [14]. CE lesion
arising from the tongue has also been reported in isolated
cases, mainly on its anterior surface [15,16].

The diagnosis of CE is usually clinically suggestive, but
histopathological examinations should be performed
systematically for differential diagnosis. This reveals large,
rounded, polyhedral, histiocytic-like cells having small,
dark, oval nuclei and excessive eosinophilic granular
cytoplasm. The tumor’s cells are spindle-shaped, with a
vascular network between granular cells along with a
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minimal fibrous stroma. The tumor cells extend to the
adjacent atrophic epithelium [17]. On the other hand, major
immunohistochemical profile differences and minor
microscopic differences have been highlighted between the
epulis of the newborn (congenital granular cell epulis) and
the one found in adulthood (granular cell tumor), so it was
suggested to separate them into two different entities [18].
MRI or US can presume the diagnosis of epulis prenatally.
Jaw localization, tumor homogeneity and the pedunculated
aspect can reduce the differential diagnosis [5]. CE usually
presents in maximum growth at the end of the last trimester
— maybe under hormonal influences. By using 3D
ultrasound airway patency and fetal swallowing may be
easily assessed, therefore a multidisciplinary team may be
required to assist the child’s delivery. Choosing the right
delivery method — vaginal or Cesarean — is essential since
vaginal delivery may be dangerous in case of large lesions
[17]. Ex utero intra-partum treatment (EXIT) may be
considered in obstructive lesions, when a significant
airway block is anticipated [7,10], but one must take into
account the legal aspect [19] of the medical decision and
possible medical errors [20,21].

The main differential diagnosis is myoblastoma [22].
Other several differential diagnoses of epulis may be
considered: hemangiomas, lymphatic malformations,
schwannomas, fibromas, granulomas, osteogenic
sarcomas, rhabdomyosarcomas, chondrogenic sarcomas
or heterotopic gastrointestinal cysts [13]. Choristomas
or hamartomas of the tongue have similar aspects to CE,
but they have a predilection for the dorsum of the
tongue, while leyomatous hamartomas are mainly
reported on the tip of the tongue or on the midline of the
alveolar ridge [15]. CE is very similar to gingival
granular cell tumor histologically, but it differs from it
epidemiologically as well as clinically. It is seen
exclusively on neonatal gingivae, presenting at birth,
having a marked predilection for females, while gingival
granular cell tumor is rare in the first decade of life,
being most frequently diagnosed between the third and
sixth decades of life, and affecting a wide variety of
visceral and cutaneous sites, also having a predilection
for the female gender [22]. While gingival granular cell
tumor usually demonstrates strong staining for S-100,
CE is negative, but exceptions have been reported [18,
22,23]. As demonstrated by Karamchandani et al. [22],
SOX10 represents a reliable marker in soft tissue tumor
diagnosis and it should be used along with, or even
instead of S100.

The cases reported in adults, the term epulis is purely
clinical referring to the local reactive hyperplasia of the
gum and does not reflect the histopathological diversity of
the lesions: peripheral ossifying fibroma, fibroma/ fibrosis,
giant cell lesion, granuloma pyogenicum, hyperplastic
squamous epithelium, peripheral odontogenic fibromas.

The occurrence of this type of lesion was associated with
gingivitis, occlusal trauma, periodontitis and during
pregnancy [24-27].

Different congenital anomalies with potentially
obstructive behavior may require immediate correction or
can be performed when the biological condition of the
patient is appropriate [28,29]. The surgical resection of CE
is the treatment of choice when the lesion is obstructive for
the feeding and breathing of the newborn. General
anesthesia may be considered along with local anesthesia,
when intubation cannot be done or when the lesions are
small [30,31]. Wide radical excisions should be avoided in
order to prevent dentition growth defects [1]. Simple
resections, with no need for any mechanical stapler, are
desirable [32]. CE excision using different laser methods
are documented in the literature [31]. A wait-and-see
regimen for tumors smaller than 2 cm that do not interfere
with feeding or breathing was indicated, as long as
postpartum spontaneous regression has been reported in
several cases [7]. The local excision did not report
recurrences, malocclusion of the jaws or damage to future
dentition so far [5]. In some cases, the CE mass may leave
a notch in the alveolus that may appear as an incomplete
dental arch, and thus, some authors suggest the possibility
of gingivoperiosteoplasty to promote a correct
development of the alveolar arch. If this is done early, it
restores the continuity of the premaxilla by allowing
osteogenic hematoma formation in the cleft palate [22].
Surgical intervention can be delayed to an auspicious
moment for the baby, considering the risk of spontaneous
rupture with consecutive hemorrhage all this time.

Highlights

v Congenital epulis is a rare oral tumor of the newborn.

v The size and position of congenital epulis make the
tumor at risk for airway obstruction of the newborn or
bleeding during delivery or shortly after.

v Prenatal diagnosis of oral tumors in the newborn is
essential to consider to build-up perinatal
multidisciplinary management plan.

Conclusions

Prenatal ultrasound or MRI can suspect CE. Taking into
account the high-risk birth (rupture and bleeding, airway
obstruction), the obstetrician should perform a C-section.
The presence of the pediatric surgical team in the delivery
room can prevent further complications. Clinical aspects of
CE are usually suggestive, but histopathology is the
diagnostic tool. Full oral inspection immediately after birth
is indicated in order to prevent misdiagnosing multiple
epulides. Surgical excision is the treatment of choice, but a
conservative attitude should be considered as long as the
tumor is small and uncomplicated.
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