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Abstract

The congenital granular cell lesion is a rare disease that affects newborns. We present a case of a
patient with nodular lesions that were located on the anterior part of the maxillary alveolar. The
surgical resection of the one lesion and its histological and immunohistochemical study were
made.
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1. Introduction

The neonatal oral pathologies are entities that due to its relatively low incidence, are sometimes unknown by the
hospital staff responsible for the care of newborns. The anxiety of the family because of the appearance of the
lesion makes the physician who is responsible for the diagnosis and treatment of these disorders have a major
role in the proper management of these cases [1].

An example of neonatal oral disease is the congenital granular cell lesion (CGCL), it is also known as con-
genital epulis. This is a gingival congenital benign rare tumor whose evolution ceases after birth [2]. Therefore,
it occurs exclusively in newborns babies [3]. It presents as a submucosal mass of varying size, usually single [4]
but multiple cases have also been reported [5]. Its occurrence is sporadic and shows no familial tendency [6].
The CGCL occurs most frequently in the maxillary (maxillary/mandibular ratio: 3:1) especially in its anterior
portion [7]. It presents preference for females (10:1), which suggests a hormonal factor involved in the devel-
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opment of the lesion [8]. The diagnosis is clinical and the recommended treatment is a surgical excision [4].
There are no reports of recurrence or malignant transformation [7]. This article describes a case of CGCL that
was treated with surgical excision.

2. Case Report

EVNC, the female newborn was taken by her mother to the medical care due to the presence of gingival tumor.
On physical examination, the patient had two nodular lesions that were located in the anterior part of the maxil-
lary alveolar and with similar color to the adjacent mucosa (Figure 1). It was indicated the surgical biopsy of
just one lesion.

The surgical specimen was then sent to the conventional histopathology study (Figure 2) and it showed that
cell proliferation arranged in little tight nests with small, regular, monomorphic nuclei, abundant eosinophilic
granular cytoplasm and they were permeated by blood vessels with thin walls. The immunohistochemical study
showed positivity for vimentin, calretinin and CD68 (Figure 3) and negativity for pankeratins and S100 protein.

Figure 1. Clinical view of nodular lesion in the left
gingival region.

Figure 2. HE 100x. Histopathologic view of congenital

granular cell lesion.
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Figure 3. Immunohistochemical: vimentin (A), calretinin (B) and CD68 (C).

3. Discussion

In 1871, Neumann was the first to describe the injury he called congenital epulis or Neumann’s tumor [7]. Cur-
rently, the World Health Organization appoints this tumor as congenital granular cell epulis [9]. However, ac-
cording to Loyola et al., [7] the name congenital granular cell lesion (CGCL) seems to be the appropriate term
due to the fact that it is not restricted to the maxillary alveolar, while the term epulis means the increase of the
gingival volume [6].

The congenital granular cell lesion is seen in the neonatal period and it typically originates in gingival alveo-
lar mucosa of the maxilla (2/3 of cases) [3]. However, it was also described as it is arisen from mandibular gin-
gival mucosa, as well as at locations simultaneously. There are different tumor’s sizes, from small millimeters to
large tumors that it is 7.5 cm, pedunculated, and it varies in color, from pink to raspberry red color [1]. Only
10% of the lesions are multiple and affect one or both edges. There are rare cases of concurrent diseases in the
region alveolar and extra-alveolar [6], as well as cases of only one extra-alveolar lesion [9]. There is no in-
volvement of the underlying bone tissue or unerupted deciduous teeth [6]. In spite of the controversies about the
etiology of CGCL, authors in the literature are unanimous in affirming that it’s a benign lesion [4] [7]. Reports
of spontaneous regression corroborate innocuous behavior of this disease [7], and the recurrence is not observed
even after incomplete excision [4] [6]. In this case, there was only resection of one lesion.

There are several theories about the origin histological: myoblastic [4] [7], neuroblastic, odontoblast, fibro-
blastic or histiocytic [4] [6] [7]. The most widely accepted hypothesis is the degenerative process of one of un-
differentiated mesenchymal cells which, in turn, are capable of multiple differentiation [7] [9]. The diagnosis is
made by the conventional histopathological examination, which shows round cells with abundant granular eosi-
nophilic cytoplasm and round to ovoid nuclei lightly basophilic findings as seen in this case. There are neither
mitoses nor cross striations, but the capillaries are abundant. The immunohistochemical that was found con-
firmed the mesenchymal origin [1].

The differential diagnosis should be done primarily with hemangioma, lymphangioma, fiboroma and rhabdo-
myosarcoma [10]. The granular cell tumors or myoblastoma granular cell should also be cited as a differential
diagnosis because they have similar histological appearance [11]. Their differences are the presence of a thin
layer between the vascular granular [6] cells and the absence of superficial epithelial hyperplasia pseudoepi-
theliomatous in cases of CGCL [4]. Additionally, immunohistochemical studies shows expression of the S100
protein [4] [6] [7] [9], the 75 Kd growth factor receptors, trk gene [7] [9] and phosphotyrosine-positive cells [7]
in the granular cell tumors and the absence of these markers in CGCL. There are also differences between the
clinical presentation and the epidemiology. The CGCL is present at birth which does not occur with granular
cell tumor, because it can occur at any age. The granular cell tumor is most commonly located on the tongue, but
may also occur in other parts of the body [9].

The neonatal disease may be perceived before birth, on examination of prenatal care, such as ultrasound [12].
When there is risk of airway obstruction at birth, a multidisciplinary action previously planned, with the pres-
ence of neonatologist, anesthesiologist and otolaryngologist doctors, it may allow the resolution of the case even
during labor, what constitutes the so-called perinatal treatment [13]. Thus, due to the harmless nature of CGCL,
some authors do not recommend surgical excision, they say that small lesions tend to regress and disappear
spontaneously. Then, they indicate excision when there is difficulty in breathing or feeding of the newborn [7]
as in the case described here. However, some other authors recommend simple surgical excision or CO, laser

treatment, after that the tumor is observed [10].
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4. Conclusion

The clinical knowledge about congenital granular cell lesion is of interest to the pediatrician, gynaecologist,
neonatologist, otolaryngologist, pathologist and maxillofacial surgeon. Because it is a rare entity, a multidisci-
plinary approach in the efficient management of such cases improves the diagnosis and the appropriate treat-
ment.
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