Revista Portuguesa de Estomatologia,
Medicina Dentaria e Cirurgia Maxilofacial

Portuguese Journal of Stomatology, Dental Medicine and Maxillofacial Surgery

SPEMD

REV PORT ESTOMATOL MED DENT CIR MAXILOFAC. 2025;66(4):207-212

Clinical Case Report

Multiple intraoral salivary duct cysts:
Report of a rare case
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The salivary duct cyst predominantly presents as a single lesion in the major salivary
glands. The occurrence of multiple lesions in minor salivary glands is extremely rare,
with only three cases reported in the literature. This case report presents a new case of
multiple salivary duct cysts in minor salivary glands. A 62-year-old woman sought den-
tal care, complaining of the sudden appearance of a painful nodule on the upper lip.
Intraoral examination revealed multiple submucosal nodules, mobile and slightly ten-
der, occasionally draining mucus through dilated openings, located on the labial and
buccal mucosa. Based on the clinical hypotheses of salivary duct cyst, cystadenoma,
and canalicular adenoma, an excisional biopsy of the referred nodule was performed
under local anaesthesia. Microscopic analysis revealed multiple cystic lesions lined with
epithelium that was either cuboidal, squamous, or pseudostratified columnar, with a
lumen filled with mucous material. By correlating these findings with the clinical char-
acteristics, the final diagnosis of multiple intraoral salivary duct cysts was established.
The analysis of this and other cases broadens the understanding of the etiopathogenic
factors involved and aids the recognition of multiple salivary duct cyst lesions in minor
salivary glands in clinical and laboratory practice. (Rev Port Estomatol Med Dent Cir
Maxilofac. 2025;66(4):207-212)
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Introduction

Salivary duct cyst (SDC), also known as sialocyst, is a condi-
tion that typically affects the major salivary glands and is
characterized by salivary duct dilation secondary to obstruc-
tion. Although rare, SDC can also occur in the minor salivary
glands (MSGs), where it is referred to as “intraoral salivary
duct cyst”.! In such cases, the lesion presents as a single nod-
ule, often asymptomatic, which may be firm or fluctuant
upon palpation, with a coloration ranging from pink to bluish
and measuring between 3 and 15 mm in diameter. This con-
dition can occur in any region with MSGs but is more com-
monly found on the floor of the mouth, the labial mucosa,
and the buccal mucosa, particularly in women in their sixth
decade of life.’2

The occurrence of multiple lesions is even rarer than the
isolated involvement of MSGs? and poses a diagnostic chal-
lenge as it may be mistaken for other conditions that exhibit
this clinical pattern more frequently. In this context, we report
a new case of multiple intraoral salivary duct cysts (MISDCs)
accompanied by a review of the literature to contextualize
their characteristics with those of other reported cases and to
expand knowledge of this atypical presentation.

Case report

A 62-year-old Caucasian woman sought dental care complain-
ing of the sudden growth of a “lump on the upper lip” accom-
panied by pain, which had appeared four weeks before the

Figure 1. Clinical aspect of the lesion that prompted the
complaint. A marked dilation of the ductal orifice is
observed, with slight protrusion of the adjacent
mucosa.

consultation. During the anamnesis, she reported a medical
history of hypertension, left mitral valve hypertrophy, and hy-
perlipidemia, using acetylsalicylic acid, simvastatin, valsartan,
and atenolol for disease control. The patient also mentioned
that, shortly before the consultation, the lesion had discharged
a thick yellowish exudate. Concerned about the progression of
her condition, she self-medicated with azithromycin 500 mg,
taking one tablet daily for three days. In addition to the afore-
mentioned lesion (Figure 1), the intraoral examination re-
vealed multiple submucosal nodules with a color similar to
the adjacent mucosa and approximately 9.0 mm in diameter
that were mobile, slightly painful, firm to palpation, and dif-
fusely distributed across the upper and lower labial mucosa,
as well as the buccal mucosa. Some displayed dilated openings
that discharged mucus upon pressing (Figures 2, 3, 4, and 5).
Based on these findings, the clinical diagnostic hypotheses
considered were: SDC, cystadenoma of the salivary glands, and
canalicular adenoma.

“i

Figure 2. Clinical aspect of the nodules distributed on
the right side of the upper lip.

Figure 3. Clinical aspect of the nodules distributed on
the left buccal mucosa.
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Figure 4. Clinical aspect of the nodules distributed on
the right side of the lower lip. Discrete points of ductal
dilation are observed in some of the nodules.

Figure 5. Clinical aspect of the nodules distributed on
the left side of the lower lip. Discrete points of ductal
dilation are observed in some of the nodules.

For confirmation, an excisional biopsy of the initially re-
ferred nodule was performed under local anesthesia with
mepivacaine hydrochloride 2% (20 mg/mL) + epinephrine
1:100.000 (pg/mL), and the specimen was sent to the oral and
maxillofacial pathology laboratory. Microscopic examination
of histological sections revealed cystic lesions lined by cu-
boidal, columnar, or squamous epithelium with two to three
cellular layers, sometimes displaying ciliated cells, with ar-
eas of apocrine and mucous metaplasia. The lumen con-
tained mucous material mixed with some inflammatory and
desquamated epithelial cells. The lesions were associated
with lobules of MSGs exhibiting multiple significantly dilat-
ed ducts (Figures 6, 7, and 8). Based on the clinicopathologi-
cal correlation features, the final diagnosis of MISDC was
established.

At the six-month follow-up, the lesion that prompted the
patient’s complaint was fully healed (Figure 9). The remaining

Figure 6. Histopathological aspects of the multiple cystic
lesions associated with lobules of MSGs (hematoxylin
and eosin stain, 2X original magnification).

500 um

Figure 7. MSG showing a cystically dilated interlobular
duct and significantly dilated intralobular ducts. A
variable amount of mucus is present in the lumen
(hematoxylin and eosin stain, 5X original magnification).

lesions identified during the clinical examination demonstrat-
ed no evidence of progression or significant alteration, and no
new lesions had developed.

Discussion and conclusions

Given the rarity of MISDC cases, we conducted an extensive
literature review in search of clinical reports on this condition.
By December 2024, strategies were implemented, and search-
es were performed in the PubMed, Scopus, and Google Scholar
databases, as well as in the reference lists of articles, without
restrictions on language or publication date, and including
only fully published documents. To date, the literature has only
three cases of MISDC: two reported by Tal et al.* and one by
Jahanshahi et al.®
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Figure 8. Cystic lining epithelium with a gradual Figure 9. Clinical aspect of the lesion site six months
transition in thickness, showing, in the thicker portion, after excisional biopsy, showing complete healing and
epithelial cells with apocrine metaplasia, pseudostratified absence of recurrence.

columnar cells with mucus and cilia, and cells with

mucous metaplasia; and in the thinner portion,

columnar, cuboidal, and squamous cells (hematoxylin

and eosin stain, 20X original magnification).

Table 1. Factors associated with the reported cases (including the present case)

Reference Age (years) Comorbidities Medications Habits
58 Hypertension }I\I/Iethyldopz.a; Betganidine sulfate; Pr.azqsin; Amiloride Non-
Tal et al. @ ydrochloride with hydrochlorothiazide -reported
83 Absent - Smoking
Jahanshahi et al. ©) 62 Minor thalassemia  Folic acid; Diazepam Smoking
de Almeida-Silva et al. (present case) 62 Hypertension and  Acetylsalicylic acid; Simvastatin; Valsartan; Smoking

hyperlipidemia Atenolol

Table 2. Clinical and histopathological characteristics of the reported cases (including the present case)

Reference Age (years) Sex Sites Clinical Findings Histopathological Findings
Tal et al. @ 58 Female  Upper and Multiple painful nodules MSGs with dilated ducts and cysts lined by
lower lips and with dilated openings, cuboidal cells, oncocytes, and/or
buccal mucosa.  sometimes discharging pus.  pseudostratified columnar cells containing
mucus.
83 Male Upper lip and Multiple painless nodules MSGs with dilated ducts and cystic
buccal mucosa.  with dilated openings, formations with lumens filled with mucus,
sometimes discharging lined by squamous cells, pseudostratified
mucus. columnar cells with mucus, and/or
oncocytes.
Jahanshahi et al. © 62 Male Upper and Multiple sessile nodules MSGs with dilated ducts and cysts with
lower lips and with a smooth surface, pink  lumens filled with mucus, lined by
buccal mucosa.  in color, painless, firm on squamous epithelium, pseudostratified
palpation, discharging pus columnar epithelium with mucus, and
or mucus. occasionally oncocytes.
de Almeida-Silva 62 Female  Upper and Multiple nodules, pink in MSGs with dilated ducts and cystic lesions
et al. (present case) lower lips and color, mobile, slightly with lumens filled with varying amounts
buccal mucosa.  painful, firm on palpation, of mucus, lined by cuboidal, squamous,
sometimes with dilated and/or pseudostratified columnar
openings, discharging pus epithelium, with areas of apocrine

or mucus. metaplasia and mucus-containing cells.
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The etiopathogenesis of this condition remains uncertain,
butit is suggested that local and/or systemic factors may com-
promise the homeostasis of MSGs and alter saliva properties,
thereby promoting total or partial ductal obstruction. The ob-
struction caused by mucus secretion stasis may range from an
intraluminal focus to a mucus plug, leading to increased pres-
sure and ductal dilation.?>Tal et al.* postulate that their cases
were caused by the patients’ advanced age, comorbidities, and
medication use, while Jahanshahi et al.> attributed such
changes to smoking. These factors were also observed in the
present case (Table 1).

Aging is accompanied by a progressive decline in physio-
logical functions.® Accordingly, MSGs are affected by aging,
exhibiting acinar atrophy, fibrosis,>” and replacement of pa-
renchyma with adipose tissue.” Chronic diseases and medica-
tion use also increase with age.? In the present case and in one
of Tal et al’s cases,* the patients used antihypertensive and
3-blocker medication. Hypertensive patients exhibit more vis-
cous saliva with a lower pH even before using antihypertensive
drugs,®® which are associated with inducing glandular dys-
function'® and reducing the salivary secretion rate,* thus fa-
voring mucus stasis and ductal obstruction.*8?

Smoking acts synergistically, promoting alterations in sa-
liva properties and damage to MSGs. The short ducts of these
glands open into the oral mucosa and, because their openings
are non-keratinized, they become vulnerable to external inju-
ries, allowing tobacco products to enter and cause inflamma-
tion around the openings.' These inflammations affect both
the ducts and the parenchyma of MSGs. Studying the effects
of tobacco on MSGs in the hard palate, Eliasson et al.'* ob-
served ductal dilation with mucus retention, inflammatory cell
accumulation in the stroma, and acinar atrophy. Furthermore,
they suggested that tobacco’s vasoconstrictive effects could
compromise long-term salivary secretion due to its depen-
dence on the blood supply. Such changes affect salivary flow
and composition,'* and may influence ductal obstruction and
the formation of multiple cysts.

The lesions in our case exhibited clinical characteristics sim-
ilar to those described in the previous reports, presenting as ses-
sile nodules, firm to palpation, with coloration resembling the
adjacent mucosa, sometimes with dilated openings discharging
mucus, located on the buccal and labial mucosa of elderly indi-
viduals. Although pain is uncommon, sensitivity may occur and
become intense with MSGs infections,* as seen here and in one
of Tal et al’s cases? (Table 2). Individually, these aspects do not
differ significantly from the clinical presentation of single SDC
lesions.?*> However, the unusual occurrence of multiple nodules
with mucus discharge and widespread distribution across the
labial and buccal mucosa may complicate identification when
compared to other lesions with similar characteristics.

Among these lesions, we considered canalicular adenoma
and cystadenoma of the salivary gland as differential diagno-
ses, in contrast to the reviewed cases,** which included glan-
dular cheilitis. We did not consider glandular cheilitis due to
its typical presentation of reddened ductal ostia, swelling, and
crust formation on the lips —features divergent from those in
the present case, as well as the rarity of lesions on the buccal
mucosa.'? Canalicular adenoma and salivary gland cystadeno-
ma, however, may clinically mimic MISDC, as both can present

as multifocal nodules with coloration resembling the adjacent
mucosa that are firm or slightly fluctuant on palpation, com-
monly located on the labial and buccal mucosae, and primar-
ily found in older women'*->.

Another important differential diagnosis to consider is
mucocele (mucus extravasation phenomenon). Although fre-
quently presenting on MSGs of the lower labial mucosa as a
solitary lesion,” mucoceles can, in rare instances, appear on
the upper labial mucosa'® or as multiple lesions.' In such cas-
es, their clinical appearance, such as mobile soft nodules that
can discharge mucus upon pressing,?'®'” may closely resem-
ble those of MISDC.

Given the clinical similarities among these differential di-
agnoses, analysis of histopathological characteristics is essen-
tial for distinguishing among the entities. As in the present case,
all reported cases of MISDC revealed cystically dilated ducts
lined by cuboidal, squamous, and/or pseudostratified columnar
epithelium containing mucus, in addition to a lumen filled with
mucous material (Table 2). In contrast, a mucocele presents as
a cavity lined by granulation tissue, rather than epithelial tissue,
a key histological difference that distinguishes it from MIS-
DC.»%1% In turn, canalicular adenoma is characterized by the
proliferation of narrow and elongated ductal structures that
connect in networks,'®'* a pattern absent in MISDC. On the
other hand, cystadenomas of the salivary glands may show sim-
ilar dilated ducts but differ from MISDC by the absence of a
capsule and the presence of an adenomatous component and
papillary projections with a fibrovascular nucleus.>

Therefore, the analysis of this case together with the re-
viewed cases indicates that factors such as aging, chronic dis-
eases, medications, and smoking influence the pathogenesis
of MISDC. Although the clinicopathological characteristics do
not differ significantly from those of single cysts, the rare oc-
currence of multiple lesions in MSGs poses a diagnostic chal-
lenge. This study expands the understanding of this rare con-
dition, providing important insights for clinical recognition and
an additional basis for investigations into the interactions be-
tween systemic conditions and alterations in MSG properties.
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Multiplos cistos do ducto salivar intraoral:
Relato de um caso raro

RESUMO

O cisto do ducto salivar apresenta-se predominantemente como
uma Unica lesdo nas glandulas salivares maiores. A ocorréncia de
multiplas lesdes nas glandulas salivares menores é extremamen-
te rara, com apenas trés casos relatados na literatura. Este relato
de caso apresenta um novo caso de multiplos cistos do ducto sa-
livar em glandulas salivares menores. Uma mulher de 62 anos
procurou atendimento com queixa de aparecimento sibito de um
nédulo doloroso no labio superior. O exame intraoral revelou mul-
tiplos nédulos submucosos, méveis e ligeiramente dolorosos, que
ocasionalmente drenavam muco através de aberturas dilatadas,
localizados nas mucosas labial e bucal. Com base nas hipdteses
clinicas de cisto do ducto salivar, cistadenoma e adenoma canali-
cular, foi realizada uma bidpsia excisional do nédulo referido sob
anestesia local. A andlise microscépica revelou multiplas lesdes
cisticas revestidas por epitélio cuboide, escamoso ou colunar pseu-
dostratificado, com limen preenchido por material mucoso. Atra-
vés da correlacdo destes achados com as caracteristicas clinicas,
o diagnéstico final de multiplos cistos do ducto salivar intraoral
foi estabelecido. A andlise deste e de outros casos amplia a com-
preensdo dos fatores etiopatogénicos envolvidos e auxilia no re-
conhecimento das lesées multiplas do cisto do ducto salivar em
glandulas salivares menores na pratica clinica e laboratorial. (Rev
Port Estomatol Med Dent Cir Maxilofac. 2025;66(x):xxx-Xxx)
© 2025 Sociedade Portuguesa de Estomatologia e Medicina Dentéria.
Publicado por SPEMD. Este é um artigo Open Access sob uma
licenga CC BY-NC-ND
(http://creativecommons.org/licenses/by-nc-nd/4.0/).
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Relatos de caso

Cistos

Glandula salivar menor
Ductos salivares
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