Case Report

Oral focal mucinosis: report of two cases

Mucinose oral focal: relato de dois casos

Abstract

Purpose: Oral focal mucinosis (OFM), an oral counterpart of cutaneous focal mucinosis, is a
rare disease of unknown etiology. Its pathogenesis may be due to overproduction of hyaluronic
acid by fibroblast at the expense of collagen production, resulting in focal myxoid degeneration
of connective tissue primarily affecting the mucosa overlying bone. It has no distinctive clinical
features, since the diagnosis is solely based on histopathological features. This paper reports
two cases and discusses clinicopathological, immunohistochemical features and differential
diagnosis of myxomatous lesions of the oral cavity.

Case description: The two cases of OFM lesions were present in a 50 year-old patient on the
hard palate and in a 26 year-old female patient in the mandible, which seem to be the first
report in the Indian population.

Conclusion: The histopathological and immunohistochemical analysis of Vimentin and S-100
protein may play a vital role in the correct diagnosis of OFM.
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acid; focal myxoid degeneration

Resumo

Obijetivo: Mucinose oral focal (MOF), uma lesdo equivalente & mucinose cutanea focal, é uma
doenca rara de etiologia desconhecida. Sua patogénese pode ser devido a superproducdo
de d4cido hialurénico pelo fibroblasto as expensas de produgdo de coldgeno, resultando em
degeneracdo mixoide focal de tecido conjuntivo primariamente afetando a mucosa sobre
o osso. Nao tem caracteristicas clinicas distintas e o diagnéstico é baseado somente em
caracteristicas histopatolégicas. Este artigo relata dois casos e discute as caracteristicas
clinico-patolégicas e imuno-histoquimicas, bem como o diagnéstico diferencial de lesdes
mixomatosas da cavidade bucal.

Descricdo dos casos: Os dois casos de lesées de MOF estavam presentes no palato duro
de um paciente do sexo masculino, de 50 anos de idade, e na mandibula de uma paciente
do sexo feminino, de 26 anos. Estes parecem ser os primeiros casos relatados na populacéo

da India.

Conclus@o: A andlise histopatolégica e imuno-histoquimica de Vimentin e proteina S-100
podem ter um papel importante no correto diagnéstico de MOF.

Palavras-chave: Mucinose oral focal; lesGo mixomatosa; mucinose cutnea focal; hyaluronic
acidcido hialurénico; degeneracéo mixoide focal
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Introduction

Oral Focal Mucinosis (OFM) is an uncommon clinico-
pathologic condition that is considered to be the oral
counterpart of cutaneous focal mucinosis (CFM). It is a
disease of unknown etiology, possibly resulting from
overproduction of hyaluronic acid by fibroblasts (1).
Clinically the lesion appears as asymptomatic round
elevations, which are histologically characterized by a
localized area of myxomatous connective tissue containing
mucinous material surrounded by relatively dense
collagenous connective tissue (2).

It was first described and named by Tomich in 1974 who
reported 8 cases as oral counterpart of CFM. However,
similar lesions were also previously described in 1966
by Jhonson and Helwig as solitary asymptomatic dome
shaped skin nodules seen usually on face, trunk and
extremities (2,3).

It is a rare lesion and so far, only 48 cases have been reported
in the English literature. This report adds two such rare
cases of OFM which are significant clinically as well as
histopathologically. The mucosa directly overlying bone
appears to be particularly vulnerable, with gingiva being
the most common site followed by hard palate. The lesions
are generally the same color as surrounding normal mucosa
and skin lesions do not seem to accompany oral lesions.
The lesions are difficult to diagnose clinically as there are
no clinical distinctive features. The review of available
literature shows that it is most commonly diagnosed as
fibroma or epulis (3). Thus, the histopathological diagnosis
becomes important in these conditions.

Despite being the second most common site, the lesions of
the hard palate are rare with only five cases being reported
up to date (3). We report two more cases, which seem to be
the first report in the Indian population.

Description of the Cases

Caose 1

A 50 year-old male patient reported to hospital, with the
chief complaint of mass behind his upper front teeth since
two months. He first noticed the swelling two months
back, when it was small, as that of a peanut and gradually
increased to the present size. It was not associated with any
secondary symptom other than mild pain during speech and
mastication, leading to difficulty in speaking and slurred
speech. Patient had tobacco chewing habit from past
four years, with a frequency of about two to three times
a day.

On intraoral examination, well-defined, pinkish, sessile,
roughly ovoid growth measuring about 1 x 0.75 cm in its
greatest dimension was noted on right side of anterior part
of the hard palate in relation to 11 (Fig. 1). The lesion was
extending from distal aspect of 12 medially till the mesial
aspect of 21 crossing the midline. Anteriorly, it was in close
contact with palatal aspect over the cingulum of 11 and
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extending about 0.75 c¢cm posteriorly. The lesion was non
tender and soft to firm in consistency. Indentations were also
present on the surface suggesting trauma from mandibular
anterior teeth.

On the basis of clinical findings the provisional diagnosis
of ‘gingival epulis’ was given. An excisional biopsy was
performed.

Fig. 1. Preoperative intraoral view of the lesion.

Case 2

A 26 year-old female patient reported to hospital, with a
chief complaint of a mass on the lower right back gingiva
since three months. The mass was initially small to the size
of a peanut and gradually increased to the present size. There
were no other associated symptoms other than difficulty
in speaking and mastication. The growth was firm; non-
tender, sessile, measuring about 1.2 centimeters and located
on the gingiva of the mandibular right permanent first molar
(Fig. 2). The first clinical impression at examination was that
of a fibrous epulis of the gingiva. The lesion was removed
surgically and sent for histopathological examination. The
cut surface of the excised specimen showed a transparent,
jelly like mucinous substance (Fig. 3).

Hematoxylin and eosin stained microscopic slides of both
cases revealed a stratified squamous hyper-parakeratinized
epithelium and the underlying connective tissue stroma
was composed of loose fibro-myxoid stroma with stellate
shaped fibroblasts (Fig. 4). Deeper stroma showed spindle
shaped fibroblasts interspersed between thin collagen fiber
bundles and numerous small blood capillaries (Fig. 5).
These histopathological features were suggestive of OFM.
Immunohistochemical analysis was also done for Vimentin
and S-100 and showed positive reaction for Vimentin
(Fig. 6) and negative for S-100 ruling out other myxomatous
lesions of neural origin. The surgical wound in both cases
healed satisfactorily and no reports of any complication or
recurrence since 8§ months.
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Oral focal mucinosis

Fig. 2. Preoperative clinical photograph of the lesion.

Fig. 3. Surgically excised specimen.

Fig. 4. Photomicrograph showing the surface epithelium
with the underlying myxoid stroma (100x).

Discussion

OFM is a rare clinico-pathologic condition, first described by
Tomich in 1974 and is considered to be the oral counterpart
of CFM or cutaneous myxoid cyst (1,2). To the best of our
knowledge this report on OFM appears to be first of a kind
from the Indian subcontinent in relation to such a large
population.
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Fig. 5. Photomicrograph showing the myxomatous stroma
with plump fibroblasts and no inflammatory cells (400x).

Fig. 6. Fibroblasts showing positivity for Vimentin in the
stroma (100x).

CFM was first named by Johnson and Helwig in 1966 and
reported as an asymptomatic, solitary nodule or dome shaped
cutaneous lesion of face, trunk or extremities, which were
characterized histologically by a mucinous accumulation
interspersed with spindle shaped fibroblasts. Earlier, a similar
lesion was described as commonly occurring on dorsal
aspect of finger and less common on the toes which they
termed them as cutaneous myxoid cyst. They considered it as



a separate entity because of their different anatomic location
and minor histologic variations (4).

Oral lesions of myxomatous nature are relatively rare which
include nerve sheath myxoma, soft tissue myxoma, oral
focal mucinosis and odontogenic myxomas. Latter one is
a bony neoplasm but may occur in soft tissues when they
perforate the cortex (5). Etiology of the focal mucinosis
is unknown. According to some authors trauma does not
appear to play a role in the pathogenesis (4). However, Reed
et al. have proposed trauma as an etiologic factor (3,6). In the
first case reported here, trauma might have played a role in
the etiology, as there was traumatic bite with the mandibular
anterior teeth impinging on the lesion. Indentations were
also noted on the otherwise smooth surface of the lesion.
Johnson et al. attributed the pathogenesis of the cutaneous
lesions to an overproduction of hyaluronic acid by fibroblast
at expense of collagen production, replacing most of the
collagen. As the histochemical characteristics of oral and
cutaneous lesions are same, hence the same pathogenesis
has been attributed to the oral lesion too (3,4).

OFM is seen primarily in adult patients in an age group
of 16-68 years with only one case reported in a 4 year old
female patient. The literature shows a female predilection,
with 31 cases recorded in females and 18 in males. The
mucosa directly overlying bone is particularly affected, with
gingiva being the most common site followed by hard palate.
Out of 48 cases reported till date, 31 cases have been noted
on the gingiva, 5 cases on the hard palate and 3 cases each on
alveolar mucosa, buccal mucosa, and tongue and 2 cases on
lips. However, for one case the site was not specified (1,3).
Thus, our case one is rare and appears to be the first case to
be reported on the hard palate in a male patient.

Clinically these lesions present as sessile or pedenculated,
painless nodular mass and are of same color as surrounding
normal mucosa. Surface is typically smooth and non-
ulcerated, although occasional cases exhibit a lobulated
appearance. Size varies from few mms to 2 cm in diameter.
The patient often has been aware of mass for many months or
years before diagnosis is made (1). In the first case there was
a pink, sessile, well defined, regular, roughly ovoid smooth
mass of about 1x0.75cm in its greatest dimension on right
side of anterior part of the hard palate in relation to 11. The
second case occurred as a sessile gingival mass, measuring
about 1.2 cms with smooth non ulcerated soft to firm mass.
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OFM has no distinctive clinical features and most often
thought to be clinically as fibroma, gingival epulis, pyogenic
granuloma, mucocele or similar lesions. Traumatic fibroma,
pyogenic granuloma and minor salivary gland tumor were
also considered in the differential diagnosis. A review of all
reported cases show that it was never diagnosed clinically
as ‘oral focal mucinosis’ (3). The histological features are
always the basis for the diagnosis.

Microscopic examination of both cases showed a well
localized but non encapsulated area of loose, myxomatous
connective tissue stroma surrounded by dense, normal thin
collagen bundles. The sub-epithelial pale eosinophilic myxoid
stromas representing an overproduction of hyaluronic acid
with stellate shaped fibroblasts were noted. Deeper stroma
showed spindle fibroblasts, thin bundles of collagen fibers
and numerous small blood capillaries along with diffuse
infiltration of mixed inflammatory cells consisting of mainly
lymphocytes and plasma cells. All these features were
suggestive of OFM.

Immunohistochemical analysis was done to differentiate
from myxoid neural lesions, which are positive for S-100.
Vimentin is consistently present and correlated with the
number of fibroblast-like cells (7). Both cases were sent
for immunohistochemical analysis of Vimentin and S-100
protein and results showed positive stain for Vimentin and
negative staining for S-100, study ruling out the myxomatous
lesion of neural origin.

Microscopically, OFM is seen just beneath the surface
epithelium and often causes flattening of rete ridges. The
fibroblast within the mucinous area can be ovoid, spindle,
fusiform or stellate and may demonstrate delicate fibrillar
process. Few capillaries within the lesion, especially
compared with the surrounding denser collagen are seen.
Similarly, no significant inflammation was observed,
although a perivascular lymphocytic infiltration often
noted within the surrounding collagenous connective
tissue (1,2,3). Radiographic examination of the lesion in
both cases did not reveal any abnormality. To conclude,
oral focal mucinosis appears to be a mesenchymal derived
lesion composed predominantly of fibroblasts (8). It must be
stressed that in most focal gingival lesions, a preoperative
diagnosis can be almost impossible. The histopathological
and immunohistochemical analysis of Vimentin and S-100
protein play a vital role in the correct diagnosis.
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