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Oral focal mucinosis in an adolescent: A rare entity

Arghavan Tonkaboni? | Kimia Hafezi Motlagh'

1Department of Oral Medicine, School
of Dentistry, Tehran University of
Medical Sciences, Tehran, Iran

Abstract

*Grupo de Investigacion en Patologia
Oral Medico Quirurgica, Universidad
de Santiago de Compostela, Santiago,
Spain

30Oral and Maxillofacial Pathology
Department, School of Dentistry,
Tehran University of Medical Sciences,
Tehran, Iran

“Cancer Preclinical Imaging Group,

Preclinical Core Facility, Tehran literature.
University of Medical Sciences, Tehran,

Iran KEYWORDS
Correspondence

Kimia Hafezi Motlagh, Department

of Oral Medicine, School of Dentistry,
Tehran University of Medical Sciences,
Tehran 1439955991, Iran.

Email: hafezikimial8@yahoo.com

1 | INTRODUCTION

Oral focal mucinosis (OFM) is a rare lesion in the oral
cavity that is considered a counterpart of cutaneous focal
mucinosis. Its exact etiology is unknown but increased
hyaluronic acid and myxoid fibro collagenous tissue pro-
duction are thought to be the cause. It is an asymptom-
atic and benign lesion with a predilection for keratinized
tissue such as gingiva or hard palate. It is more common
in women than men, with an approximate ratio of 3:1. It
often occurs in the fourth and fifth decades of life, and
it has also been reported rarely in children and adoles-
cents." Since the first report by Tomich et al. in 1974,
100 cases of OFM have been reported in the English-
language literature.>® Histologically, the lesion appears
as a well-circumscribed and uniform area of myxomatous
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Oral focal mucinosis (OFM) is an extremely rare benign lesion of the oral cavity
with unknown etiology, considered the oral counterpart of cutaneous focal mu-
cinosis. It occurs mainly in women in the fourth and fifth decades of life. It has
no characteristic features, and diagnosis depends on histological evaluation. Its
pathogenesis is related to the excessive production of hyaluronic acid by fibro-
blasts during collagen production, which leads to focal myxoid degeneration. To
date, ten documented cases have been reported in the literature in adolescents.
This paper reports a rare case of OFM with a narrative review of the available

connective tissue disease, myxomatous lesion, Oral focal mucinosis

connective tissue and contains no mast cells and often no
reticulin network.* This myxomatous tissue is positive
for alcian blue staining, which may resemble other oral
myxoid lesions such as soft-tissue myxoma, fibrous hyper-
plasia with myxoid degeneration, nerve sheath myxoma
(NSM), myxoid neurofibroma, and mucocele.’

The mucinous site is much less vascular than the ad-
jacent connective tissue. Perivascular infiltration of T-cell
lymphocytes at the periphery is evident.’

It is a histopathological diagnosis, as OFM remains
clinically similar to other more common oral lesions. In
a review study by Gonzaga et al., among the 14,204 oral
lesion biopsies over 42years, only 11 cases were histo-
pathologically diagnosed as OFM. The primary clinical
diagnoses of these lesions were oral traumatic fibroma,
followed by peripheral giant cell granuloma.®
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2 | CASE PRESENTATION

A 17-year-old female patient presented to the Department
of Oral Medicine, Tehran University of Medical Science,
with a chief complaint of a gingival mass. A pedunculated
exophytic nodule of 5*5mm was present palatally between
her UL1 and UL2 (Figure 1), and the patient reported that
this lesion had been present for over a year and remained
asymptomatic. The lesion had a homogenous texture and
firm consistency with normal and non-ulcerated overly-
ing mucosa. A periapical radiograph confirmed no root re-
sorption or alveolar crestal bone loss (Figure 2). There was
no history of trauma, no pathological mobility of the teeth
was noted, and oral hygiene was good. The patient did not
take any medication and had no systemic disease. The
differential clinical diagnosis of fibroma and peripheral

FIGURE 1 Preoperative intraoral view of the lesion.

FIGURE 2 Periapical radiograph showing no root resorption
and bone loss.

FIGURE 3 Postoperative intraoral view after 3months.

ossifying fibroma was made, and the excisional biopsy
was performed under a local anesthetic.

A periodontal dressing packing material was placed
(COE-PAK) due to the impossibility of suturing in the sur-
gical area. The surgical wound healed satisfactorily with-
out complications and with no signs of recurrence after
12weeks. The patient has routinely followed up with no
signs of discomfort or recurrence (Figure 3).

Written informed consent was obtained from the pa-
tient and her parents to publish this case report and any
accompanying images.

3 | MICROSCOPIC EVALUATION
Histopathologic analysis showed an encapsulated nodular
lesion composed of a proliferation of bland-looking spin-
dle cells in the prominent myxoid stroma and fine colla-
gen bundles (Figure 4). Parakeratotic stratified squamous
epithelial of the oral mucosa covered the lesion. In the
THC study, S-100 was negative, ruling out other myxoma-
tous lesions of neural origin (Figure 5). Special staining
showed PAS negative, and reticulin was positive in sur-
rounding fibers (Figure 6).

4 | DISCUSSION

In 1966, Johnson and Helwig described an asymptomatic
dome-shaped skin nodule, frequently on the face and
trunk, termed cutaneous facial mucinosis. The oral coun-
terpart of this lesion was described by Tomich.? Clinically,
OFM is seen as a painless sessile, firm nodule the same
color as the surrounding mucosa. The most common in-
traoral sites are gingiva, palate, and alveolar ridge mu-
cosa. The review of the available literature shows that it
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FIGURE 4 H&E section showing
proliferation of bland-looking spindle
cells in a myxoid stroma (40x, 100X
magnification).

FIGURE 5 $-100 staining of the tumor was negative, ruling
out a myxomatous lesion of neural origin; the nerve bundle showed
internal positive control (100X magnification).

—_
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FIGURE 6 Immunohistochemical staining showing positivity
for Reticulin (100x magnification).

is most diagnosed as irritation fibroma or epulis and the
clinical diagnosis of OFM is impossible. However, there
are no characteristic clinical and radiological features;
accidental findings during dental treatment have been re-
ported.” The pathophysiology of OFM is unclear, but the
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local accumulation of mucin in connective tissue due to
the increased production of hyaluronic acid by fibroblasts
is considered to be the cause of this lesion.” Neto et al."®
suggested that a predisposing factor for OFM could be
traumatic stimuli. JOSHI et al.'® also described trauma
as an influential factor in increasing the size of these le-
sions. Pathological examination, including immunostain-
ing, is essential for the definitive diagnosis of OFM.
Histopathological findings include a lack of encapsulation
of the neoplastic tissue mass, a myxomatous stroma, and
sometimes localized fibrous connective tissue.” Myxoid
tumors of the oral cavity include diverse lesions with a
wide range of biological behaviors. In the classification
Bajpai et al.'” presented for myxoid tumors of the oral cav-
ity, these tumors were divided into seven general groups,
including adipose, neural, fibroblastic, chondroblastic,
muscle, odontogenic and miscellaneous tumors, in terms
of myxoid degeneration in histopathology. The primary
histological differential diagnoses of OFM are soft-tissue
myxoma, nerve sheath myxoma, inflammatory fibroepi-
thelial hyperplasia with myxoid degeneration, and od-
ontogenic myxoma.15 Soft-tissue myxomas are extremely
rare tumors composed of very loose cellular connective
tissue containing little collagen and large amounts of an
intercellular substance rich in acid mucopolysaccharide.'®
Unlike tumors, OFM comprises a localized area of rela-
tively thick myxomatous tissue surrounded by collagen
fibers. This histological feature is necessary to differentiate
OFM and other lesions.'® The helpful morphological find-
ings that differentiate OFM from myxoma include non-
infiltrative growth patterns, superficial location, and the
presence of fragmented and randomly arranged collagen
fibers.® Unlike OFM, soft-tissue myxoma shows abundant
formation of reticular fibers, evidenced by silver staining.?’

Nerve sheath myxoma, a variant of neurofibroma, is
included in the differential diagnoses of OFM. Still, their
difference is that nerve sheath myxoma has fibrous septa
between multiple myxoid nodules, and more plump stro-
mal cells are evident.’

As mentioned earlier, OFM is common in women in
the fourth and fifth decades of life and is rare in children
and adolescents. However, there are reports of OFM in
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Here, we presented a case of OFM in an adolescent, a
rare entity. Although OFM is difficult to diagnose clini-
cally, this lesion should be considered in the differential
diagnosis of benign oral tumors.

5 | CONCLUSION

Oral focal mucinosis is a rare benign disorder often clini-
cally misdiagnosed as reactive lesions or delicate prolif-
erative processes. Clinicians should consider OFM in the
differential diagnosis of soft-tissue lesions in the oral cav-
ity, mainly in the gingiva.
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