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Abstract

An elastofibromatous lesion is a slow-growing and rare pseudotumoral
lesion of the soft tissues, which commonly occurs in the subscapular region,
where it is known as elastofibroma dorsi. In contrast, elastofibromatous lesions
of the oral cavity are extremely rare; to date, only eleven cases have been
reported. Thus, the details of the clinical condition and its pathogenesis remain
unclear. We here in report a case of an elastofibromatous lesion arising in the tip
of the sublingual fold in an 81-year-old male patient. Although no previous case
reports have described any obvious repeated irritation, it has been suggested
that most oral elastofibromatous lesions probably develop as a reaction to local
irritation or some type of trauma. This is the case of an oral elastofibromatous
lesion might have been caused by chronic, frictional irritation by a denture.
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Introduction

Elastofibromatous lesion is a rare, slow-growing pseudotumoral
lesion of the soft tissues. Most cases occur in the subscapular region
[1]. Because of its location, it is often called elastofibroma dorsi.
Its pathogenesis remains unclear, but the cause of this disease has
been considered to be repeated, chronic trauma due to mechanical
stress [2]. Elastofibromatous lesions of the oral cavity are extremely
rare. Only eleven cases have been reported to date. In this paper, we
describe the case of a patient with an elastofibromatous lesion in the
floor of the mouth, especially at the tip of the sublingual fold, which
possibly resulted from chronic irritation due to a denture.

Case Presentation

An 81-year-old Japanese man presented with a small, polypoid
and yellowish-white mass on the tip of the right sublingual fold
(Figure 1). It had been asymptomatic. His medical history included
essential hypertension. He was a non-smoker and did not have any
history of trauma in the oral cavity. He had used a partial denture of
the right mandibular molar region. The lesion was located between
the alveolar process and the denture on twice examinations before
resection.

The lesion was generally soft, but the tip was hard. The lesion
was measured approximately 5 mm in diameter; the hard tip was
only 1 mm in diameter. The overlying epithelium was completely
smooth. We clinically diagnosed it as a benign soft tissue tumor,
such as fibroma. An excisional biopsy was performed under the local
anesthesia.

A histopathological examination revealed that the nodule was
composed of partly dense and partly loose fibrous tissue, with the
massive formation of eosinophilic homogeneous, amorphous elastic

fibers in a small nodular fashion, intermingled with collagen fibers,
reminiscent of cutaneous solar elastosis (Figure 2). The elastic fibers
were distributed as variable-sized bundles in the upper subepithelial
layer, and these fine fibrils were seen throughout the nodule and
the perivascular to especially periductal area of the salivary gland in
the nodule. It was covered with a non-disordered but parakeratotic,
acanthotic squamous mucosal epithelium showing irregular-shaped
reteridges. There was a minor salivary gland in the base of the lesion
and slight infiltration of chronic inflammatory cells was observed
in the nodule. Combined elastica-Masson staining was performed,
which confirmed the presence of thickened and occasionally wavy and
fragmented elastic fibers (Figure 3). Large numbers of elastic fibers
were only detected in the tip of the mass (Figure 3). The lesion was
diagnosed an elastofibromatous lesion based on the histopathological
findings.

Figure 1: The intraoral findings on the initial visit.
A small, asymptomatic, polypoid, and yellowish-white mass on the tip of the
sublingual fold.
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Figure 2: The histopathological findings of the surgical specimen (H&E
staining).

The nodule was composed of partly dense and partly loose fibrous tissue
showing the massive formation of eosinophilic amorphous elastic fibers,
intermingled with collagen fibers (x40; inset: x200).

Figure 3: Elastica-Masson staining of the surgical specimen.
Large numbers of elastic fibers were detected only in the tip of the mass (x40;
inset: x200).

Discussion

Only eleven cases have been reported to date [3-8]. This is the
twelfth case of the elastofibromatous lesion in the oral cavity. The
male-to-female ratio was 7 to 4 [3-8]. Four cases were located in
mouth floor, four cases in palate (soft and hard), and in alveolar
mucosa, lower lip, and tongue, each one case, respectively [3-8]. Our
case was an 81-year-old male presented with a small, polypoid and
yellowish-white mass on the tip of the right sublingual fold. It has

been suggested that most oral elastofibromatous lesions develop as
a reaction to local chronic irritation or several types of trauma [3-8].
In general, elastofibroma dorsi is caused by the mechanical friction
between the scapula and the chest wall [9], and elastic degeneration
of collagen or abnormal elastic fibrinogenesis may be its pathogenesis
[10]. The present case is an elastofibromatous lesion might have
developed due to chronic and frictional irritation by the denture, and
the histopathological changes are unique in that they occur in the
tip of the sublingual fold, especially around the minor salivary gland
ducts in a small nodular fashion. Taken together, our case strongly
supports the etiological theory that repeated frictional irritation and
the stress can induce elastofibromatous lesion, and it is speculated
that its oral lesion might result from abnormal proliferation of elastic
fiber surrounding salivary gland duct, marked contrast to the elastic
degeneration of collagen in elastofibroma dorsi and the perivascular
elastosis in an oral lesion [4]. It might be difficult to diagnose oral
elastofibromatous lesion correctly based merely on the haematoxylin
and eosin stainings, therefore careful examination is necessary.
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