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Case Report

An Unusual Presentation of Multiple Superficial Mucoceles
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Superficial mucoceles, a rare variant of the mucocele occurring simultaneously with oral lichen planus, are uncommon. This
report introduces a case of multiple superficial mucoceles developing with oral lichen planus in a 76-year-old Thai female and
provides information to avoid misdiagnosis and over-management of this lesion. Pathogenesis and clinicopathological

characteristics of this phenomenon are also discussed.

1. Introduction

Superficial mucoceles are an unusual variant of mucocele in
the oral cavity that were firstly described by Eveson in 1988
[1]. These lesions are a result of a mucous extravasating
phenomenon that particularly originated from minor sali-
vary glands. Superficial mucoceles present as small translu-
cent tense subepithelial vesicles on the oral mucosa and
may present as either isolated or multiple lesions. The lesions
are frequently located at the labial mucosa, soft palate, retro-
molar trigone, and buccal mucosa. Unlike usual mucoceles,
superficial mucoceles can resolve spontaneously and do not
always require treatment except when recurrence is present.
Due to the limited number of reports on the characteristics
of superficial mucoceles, this disease was often misdiagnosed
as other serious oral vesiculobullous diseases such as bullous
lichen planus (BLP) and mucous membrane pemphigoid [2].

Previous reports revealed that superficial mucoceles are
associated with several events such as trauma, allergy, radia-
tion [3, 4], and various oral diseases such as oral lichen
planus (OLP), oral lichenoid lesion from chronic graft-
versus-host disease (GVHD), and mycoplasma-induced

mucositis [1, 5, 6]. Among these oral diseases, superficial
mucoceles are most commonly found with OLP. The latest
case series reported by Lv et al. [2] described nine cases of
superficial mucoceles developing concomitantly with OLP.
All of the patient’s superficial mucoceles were refractory to
anti-inflammatory treatment [2]. Nowadays, pathogenesis
of this phenomenon still remains unknown.

In this report, a 76-year-old female patient presenting
with superficial mucoceles and concomitant oral lichen pla-
nus was described. The pathogenesis of this phenomenon
and treatment are discussed.

2. Case Presentation

A 76-year-old woman was referred by an otorhinolaryngol-
ogist to the Faculty of Dentistry, Mahidol University. The
patient reported burning sensation in the oral cavity for
6 months, and that was then followed by abundant small
vesicles for 3 months. Upon examination, multiple tense
and fluid-filled vesicles 1-4 mm in diameter were observed
on the upper and lower labial mucosa, buccal mucosa, ven-
tral surface of the tongue, left retromolar trigone, and soft
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FiGure 1: Multiple superficial mucoceles at the lower labial mucosa (a) and at the soft palate with no OLP lesion (b). White striation,
erythema, and ulcerated areas at the bilateral buccal mucosa with superficial mucoceles in the adjacent area (c, d).

palate (Figures 1(a) and 1(b)). White striation, erythema,
and ulcers were found on the edentulous ridge’s mucosa
and the bilateral buccal mucosa (Figures 1(c) and 1(d)).
The laterodorsal area of the tongue showed a depapillated
surface. Most of the vesicles were not associated with ery-
thema and white striation. Extraoral examination revealed
polygonal and purple papules with white striation on the
extensor surface of both legs and the dorsal surface of both
feet (Figure 2(a)). Both of her toenails also showed dystrophy
(Figures 2(b) and 2(c)). Her past medical history included
hypertension, dyslipidemia, and scoliosis. Her medications
included losartan, atorvastatin, glucosamine sulfate, calcium
carbonate, folic acid, and vitamins B1-6-12.

According to the patient’s history and clinical findings,
the diagnosis of superficial mucoceles concomitant with
OLP was suggested. Incisional biopsies were performed from
two sites. The first specimen was taken from the lower labial
mucosa, and histopathological examination of superficial
mucocele was confirmed. Histopathologically, the specimen
showed intraepithelial vesicles containing a mucin pool with
scattered lymphocytes (Figure 3(a)). The second specimen
representing a red and white lesion was taken from the
buccal mucosa. The tissue was bisected and sent for histo-
pathological examination and direct immunofluorescence
(DIF). The histological features showed a subepithelial infil-
tration of lymphocytes and macrophages as well as basal cell
degeneration with civatte bodies, confirming the diagnosis of
OLP (Figure 3(b)). The DIF finding showed fibrinogen pos-
itivity at the basement membrane with a shaggy pattern.
Regarding the gold standard of OLP diagnosis [7] and the
pathological diagnosis of superficial mucoceles, the definitive

diagnosis of superficial mucoceles concomitant with OLP
was therefore established.

According to the diagnosis, the high-potency topical
steroids including mouth rinse formulated by 0.5 mg dexa-
methasone dissolved in 10 ml water and 0.1% fluocinolone
acetonide in Orabase were prescribed for use three times
a day. Additionally, nystatin oral suspension (1:100,000
units) was ordered twice a day in conjunction with the
topical steroid for prophylaxis of fungal infection. After
one month, OLP lesions were remitted, and the superficial
mucoceles were decreased in number but remained only at
the soft palate and the labial mucosa. The affected areas
were temporally relieved as the lesions still developed
every meal time, causing patient’s discomfort. However, after
an 8-month-treatment period, the superficial mucoceles
showed complete resolution, and the patient was satisfied
with this outcome (Figures 4(a)-4(d)).

3. Discussion

Superficial mucoceles arising with OLP are unusual. The
vesiculobullous characteristics of superficial mucoceles often
lead to a misdiagnosis of BLP. BLP is a rare distinct subtype
of OLP caused by epithelial separation. The vesicles of BLP
are usually larger, more fragile, and opaque, in comparison
to superficial mucoceles [2]. Another remark is that oral
BLP is often superimposed with or adjacent to the white stri-
ation [8]. In contrast, superficial mucoceles typically develop
at the areas of minor salivary glands and can be either within
or distant from the OLP lesion [1].
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FIGURE 2: Extraoral examination revealed a polygonal purple papule with white striation on the dorsal surface of the foot (a) and dystrophic

toenails (b, c).
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Ficure 3: Histopathologic features of superficial mucoceles illustrated an intraepithelial vesicle containing mucin pool with scattered
lymphocytes (original magnification, 100x) (a). Histopathologic features of OLP showed basal cell degeneration with subjacent
inflammatory cell infiltrate. The arrows indicate civatte bodies (original magnification, 400x) (b).

Previous studies reported that multiple superficial muco-
celes show a predilection for females and are more fre-
quently found at the age of 30 years and older; that is
consistent with our case [1, 9]. However, the most recent
case series from Lv et al. did not find any sex predilection
[2]. The dermatologic lesion of lichen planus presented in
our case resembles that reported by Bermejo et al. [9],
whereas other reports did not find any dermatologic con-
dition in the cases of multiple superficial mucoceles
occurring with OLP [1, 2, 9]. However, our case showed
a difference in location involvement. The superficial
mucoceles in our case developed in multiple areas includ-
ing the labial mucosa, buccal mucosa, ventral surface of

the tongue, retromolar trigone, and soft palate. None of
the cases from previous reports showed multiple locations
[1, 2]. This phenomenon raises a significant disturbance
in our patient and confirmed that superficial mucoceles
can develop in various oral mucosal sites containing minor
salivary glands. In the present case, the soft palate and the
ventral surface of the tongue were devoid of OLP lesions.
Nevertheless, the most common location of superficial
mucocele occurring with OLP reported from previous stud-
ies was the soft palate, followed by the buccal mucosa and
labial mucosa [2, 9].

It has been proposed that increased intraductal pressure
in salivary ducts could lead to ductal obstruction or rupture,
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F1GURE 4: Clinical illustration after 8-month treatment period; complete resolution of superficial mucoceles at the lower labial mucosa (a)
and the soft palate (b). Remission of OLP lesions at the bilateral buccal mucosa (c, d).

resulting in superficial mucoceles [5]. Many authors
believed that the salivary ducts of the affected mucosa
were blocked or ruptured by lichenoid inflammation,
resulting in superficial mucoceles [2, 5, 9]. Some authors
proposed that superficial mucoceles occurring with chronic
erosive lichen planus were caused by continuous erosion
and reepithelialization of the oral mucosa, leading to dam-
age of adjacent salivary ducts of the minor glands [9].
Campana et al. reported a case of recurrent superficial
mucoceles developing with cutaneous lichen planus with
an absence of OLP [10]. Consistently, the case reported
by Lv et al. showed recurrent superficial mucoceles on
the soft palate without OLP [2]. They proposed that this
occurrence may be related to immunologic disturbance
[2]. However, this was unable to explain a cause of super-
ficial mucoceles located far away from the OLP lesion.
Lourenco et al. firstly described a term “lichen planus sia-
ladenitis” as a lichenoid infiltration surrounding excretory
ducts of affected salivary glands [11]. This report also
described that this phenomenon closely resembled lichen
planopilaris which is a variant of cutaneous lichen planus
affecting hair follicles [11, 12]. In our opinion, the patho-
genesis of superficial mucoceles occurring with OLP may
be similar to that of lichen planopilaris and is possibly a
result of lichen planus sialadenitis. The periductal inflam-
mation of minor salivary glands may be not only related
to lichenoid infiltration of the affected mucosal area but
also an activation of T-lymphocytes specifically targeting

the ductal epithelial antigens, causing ductal inflammation
and then superficial mucoceles at distant areas. However,
further studies are needed to confirm this notion.

Management of patients suffering from superficial
mucoceles with OLP is still a great challenge. The first-line
treatment for symptomatic OLP is topical corticosteroid
[13]. Previous studies reported that superficial mucoceles
were refractory to topical steroids [2, 10] except for beta-
methasone mouthwash [4]. In our patient, we simulated
Motallebejad et al.’s treatment by swishing and spitting out
with 0.5mg dexamethasone dissolved in 10ml water. The
outcome of temporary relief was still a burden for the
patient. However, the long-term use of topical steroid con-
junction with 0.1% fluocinolone in Orabase and dexameth-
asone mouth rinse could provide a remission of superficial
mucoceles in our case. There are many reports claiming
that surgical excision can be used for management of
superficial mucoceles [1, 2, 14]. However, the definite
treatment for multiple lesions has not been established
due to postoperative complications, such as scar and tissue
deformation [2]. Jinbu et al. reported that laser vaporiza-
tion for recurrent multiple superficial mucocele treatment
showed no complications [15]. Besides, some authors pre-
fer reassuring patients and periodic observation for asymp-
tomatic condition [2, 10, 16].

In conclusion, superficial mucoceles occurring with OLP
are uncommon. We emphasize on recognition of distinct
features of this condition to avoid misdiagnosis of other
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serious oral vesiculobullous diseases. In our case, the long-
term use of topical steroids could provide a remission for
superficial mucoceles.

Data Availability

The data presented in this study are available on request
from the corresponding author. The data are not publicly
available due to ethical issues.

Ethical Approval

Not applicable since this article does not contain any studies
with human participants or animals performed by any of the
authors.

Consent

No written consent has been obtained from the patient as
there is no patient identifiable data included.

Conflicts of Interest

The authors declare that there is no conflict of interest
regarding the publication of this article.

References

[1] J. W. Eveson, “Superficial mucoceles: pitfall in clinical and
microscopic diagnosis,” Oral Surgery, Oral Medicine, and Oral
Pathology, vol. 66, no. 3, pp. 318-322, 1988.

[2] K.Lv,].Liu, W. Ye, G. Wang, and H. Yao, “Multiple superficial
mucoceles concomitant with oral lichen planus: a case series,”
Oral Surgery, Oral Medicine, Oral Pathology, Oral Radiology,
vol. 127, no. 4, pp. €95-e101, 2019.

[3] A. C. Prado-Ribeiro, A. R. Santos-Silva, K. M. Faria et al,,
“Radiation-related superficial oral mucoceles: an under-
recognized acute toxicity in head and neck cancer patients,”
Medicina Oral, Patologia Oral y Cirugia Bucal, vol. 23, no. 5,
pp. €518-€523, 2018.

[4] M. Motallebnejad, A. Shirzad, T. Molania, and M. Seyedmajidi,
“Multiple recurrent vesicles in oral mucosa suggestive of super-
ficial mucocele: an unusual presentation of allergic stomatitis,”
Caspian Journal of Internal Medicine, vol. 4, no. 4, pp. 793-
796, 2013.

[5] E. V. M. J. Garcia, M. Pascual-Lopez, M. Elices, E. Dauden,
A. Garcia-Diez, and J. Fraga, “Superficial mucoceles and
lichenoid graft versus host disease: report of three cases,” Acta
Dermato-Venereologica, vol. 82, no. 6, pp. 453-455, 2002.

[6] M. Morand and A. Hatami, “Multiple superficial oral muco-
celes after mycoplasma-induced mucositis,” Pediatric Derma-
tology, vol. 35, no. 4, pp. e210-e211, 2018.

[7] E. H. van der Meij and I. van der Waal, “Lack of clinicopatho-
logic correlation in the diagnosis of oral lichen planus based
on the presently available diagnostic criteria and suggestions
for modifications,” Journal of Oral Pathology & Medicine,
vol. 32, no. 9, pp. 507-512, 2003.

[8] A. Babu, S. Chellaswamy, S. Muthukumar, B. Pandey,
M. Jayaraj, and S. Francis, “Bullous lichen planus: case report
and review,” Journal of Pharmacy & Bioallied Sciences,
vol. 11, Suppl 2, pp. S499-S506, 2019.

[9] A.Bermejo, J. M. Aguirre, P. Lopez, and M. R. Saez, “Superfi-
cial mucocele: report of 4 cases,” Oral Surgery, Oral Medicine,
Oral Pathology, Oral Radiology, and Endodontics, vol. 88,
no. 4, pp. 469-472, 1999.

[10] F.Campana, V. Sibaud, A. Chauvel, J. M. Boiron, A. Taieb, and
J. C. Fricain, “Recurrent superficial mucoceles associated with
lichenoid disorders,” Journal of Oral and Maxillofacial Sur-
gery, vol. 64, no. 12, pp. 1830-1833, 2006.

[11] S. V. Lourenco, A. C. Resende, S. B. Bologna, and M. M. Nico,
“Lichen planus sialadenitis: a mucosal analog of lichen plano-
pilaris and lichen planoporitis,” Journal of Cutaneous Pathol-
ogy, vol. 37, no. 3, pp. 396-399, 2010.

[12] P. Assouly and P. Reygagne, “Lichen planopilaris: update on
diagnosis and treatment,” Seminars in Cutaneous Medicine
and Surgery, vol. 28, no. 1, pp. 3-10, 2009.

[13] L. Oberti, L. Alberta, P. Massimo, C. Francesco, and L. Dorina,
“Clinical management of oral lichen planus: a systematic
review,” Mini Reviews in Medicinal Chemistry, vol. 19,
no. 13, pp. 1049-1059, 2019.

[14] J. Yague-Garcia, A. J. Espana-Tost, L. Berini-Aytes, and
C. Gay-Escoda, “Treatment of oral mucocele-scalpel versus
CO, laser,” Medicina Oral, Patologia Oral y Cirugia Bucal,
vol. 14, no. 9, pp. e469-e474, 2009.

[15] Y. Jinbu, K. Tsukinoki, M. Kusama, and Y. Watanabe,
“Recurrent multiple superficial mucocele on the palate: histo-
pathology and laser vaporization,” Oral Surgery, Oral Medi-
cine, Oral Pathology, Oral Radiology, and Endodontics,
vol. 95, no. 2, pp. 193-197, 2003.

[16] G. Z. Xu, C. Yang, C. Q. Yu, D. He, and S. Zhang, “Multiple
superficial mucoceles on lower lip, soft palate, retromolar

region, and floor of mouth,” Journal of Oral and Maxillofacial
Surgery, vol. 68, no. 10, pp- 2601-2603, 2010.



	An Unusual Presentation of Multiple Superficial Mucoceles Occurring with Oral Lichen Planus
	1. Introduction
	2. Case Presentation
	3. Discussion
	Data Availability
	Ethical Approval
	Consent
	Conflicts of Interest

