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Clinical Case Report

ABSTRACT

Sialolithiasis is a common nonneoplastic disease of the major salivary glands that often affects the submandibular glands. 
Minor salivary gland involvement by sialolithiasis is uncommon, with only 273 cases reported. A long clinical history, acute 
symptoms, and mucopurulent discharge are unusual features of these cases. Herein, we report the case of a 63-year-old 
woman who complained of symptomatic nodular swelling of the buccal mucosa associated with purulent discharge for 
several days. The clinical history lasted 15 years, with episodes of asymptomatic non-suppurative swelling in the same 
area. The patient underwent surgical excision. The microscopic examination revealed chronic nonspecific sialadenitis 
associated with psammomatous calcifications, confirming minor salivary gland sialolithiasis. After 3 years of follow-up, the 
patient was free of symptoms. Patients with sialolithiasis are usually asymptomatic; however, swelling, pain, and fistula 
may be present in rare cases. The presence of purulent exudate should lead to the differential diagnosis of stomatitis 
glandularis, a rare inflammatory condition affecting the minor salivary glands. Sialolithiasis and stomatitis glandularis 
should be considered in the clinical differential diagnosis of symptomatic suppurative nodular swelling affecting the oral 
mucosa, and histopathological analysis is necessary for the diagnosis. 
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INTRODUCTION

Salivary gland disorders are of inflammatory, 

infectious, and neoplastic origins, and their clinical 

presentation can be acute or chronic. Recurrent or 

chronic sialadenitis is more likely to be inflammatory, 

as observed in recurrent childhood parotitis and 

sialolithiasis. Salivary gland inflammation is caused by 

salivary duct obstruction due to lithiasis or salivary duct 

stricture.1 Acute suppurative sialadenitis is commonly 

infectious and is characterized by a rapid-onset, 

painful swelling often affecting the parotid gland.1-2 

Sialolithiasis is a common disease of the salivary 

glands that can cause duct obstruction, inflammation, 

and infection. It usually affects the major salivary 

glands; however, minor salivary gland involvement 

rarely occurs. Clinically, sialolithiasis of the minor 

salivary glands (SMSG) is characterized by a local and 

well-circumscribed bulging not detectable during 

radiographic examination.1-3
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In 1965, Papin4 reported the first case of SMSG. 
Since then, at least 273 cases have been reported.5 
Most SMSG cases comprise old individuals (mean 
age: 55 years) with upper lip and buccal mucosa 
involvement. In addition, a slight male predominance 
was observed in previous case series studies, except 
for the study conducted by Wen-Chen Wang, which 
reported a male predominance of 82%.6 As SMSG lacks 
specific clinical features, it is often asymptomatic and 
rarely detectable on imaging examinations. Surgical 
excision followed by histopathological analysis is the 
optimal diagnostic approach. The histopathological 
examination shows heterogeneous lamellated calculi 
within the lumen of a dilated minor salivary duct with 
periductal inflammation.1-8

The present case report aimed to describe an 
unusual case of a patient with SMSG on the buccal 
mucosa, which exhibited purulent drainage and pain 
after 15 years of evolution.

CASE REPORT

A 63-year-old woman presented to the oral 
and maxillofacial department complaining of a 
painful suppurative lesion on the buccal mucosa for 
several days. The patient reported several episodes of 
asymptomatic, non-suppurative swelling in the same 
lesion area over the last 15 years. The patient’s medical 
history was unremarkable. Intraoral examination 
revealed a painful nodular swelling of the buccal 

mucosa with mucopurulent discharge (Figure 1A). 
The computed tomography finding (Figure 1B) was 
consistent with a small calcification in the buccal 
mucosa. After antibiotic treatment, an excisional 
biopsy was performed.

During surgery, a spherical, whitish calcified mass 
compatible with sialoliths was depicted (Figure 2A). 
Grossly, the hard tissue fragment measured 0.3 × 0.2 
× 0.1 cm immersed in soft tissue (Figure 2B).

The microscopic examinat ion revealed a 
fibrovascular stroma containing foci of neutrophil 
infiltration, acinar atrophy, and numerous dilated 
salivary gland ducts surrounded by an abundant chronic 
inflammatory infiltrate (Figure 3A). The hard tissue 
showed basophilic calcified material with a fingerprint-
like appearance in a concentric pattern (Figure 3B). The 
histopathological features and presence of sialoliths led 
to a final diagnosis of SMSG. After a 3-year follow-up, 
the patient had a stable condition, without recurrence 
or alteration in the lesion area.

DISCUSSION

Sialolithiasis is a common salivary gland disease 
that occurs more frequently in middle-aged patients 
with a slight male predominance. Sialolithiasis 
commonly affects the submandibular gland (80%), 
followed by the parotid gland (6%–20%); sublingual 
and minor salivary gland involvement rarely occurs 
(2%).3 Patients with sialolithiasis typically present 

Figure 1. A - gross view of the buccal mucosa showing the nodular swelling with mucopurulent discharge; B - 
sagittal computed tomography showing a tiny hyperdense structure in the lesional area (white arrow).
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with postprandial salivary gland pain and swelling; 
some patients report recurrent acute suppurative 
inflammation. Although the latter is often observed 
in patients with major salivary gland involvement1-3, it 
occurred in the current case.

The SMSG usually presents as a palpable, 
submucosal nodule and is often asymptomatic; and 
mostly involves patients with a mean age of 55 years 
and men. The upper lip and buccal mucosa are the 
most affected sites, followed by the lower lip and 
mucobuccal folds. The signs and symptoms depend 
on the size and location of the sialoliths. The time 
of symptoms varies from several months to 3 years, 

mostly detected within the first year. In some cases, the 
lesion compression may render a purulent discharge. In 
the present case, symptomatic nodular swelling with 
mucopurulent discharge was detected after 15 years. 
These clinicopathological features are not common in 
patients with sialolithiasis. They should be distinguished 
from acute suppurative sialadenitis, a disease caused by 
bacterial infection, commonly Staphylococcus aureus, 
mainly affecting the parotid glands.3-8 Relevantly, no 
study has examined patients with acute suppurative 
sialadenitis affecting the minor salivary glands.

Treatment of sialolithiasis depends on the 
symptoms and the size and localization of sialoliths. 

Figure 2. A - gross view of the surgical field enabling the visualization of the sialolith (arrowhead); B - excised 
specimens. The yellow arrow shows the solid mass with a smooth surface, while the white arrow shows the sialolith 
measuring 0.3 × 0.2 × 0.1 cm.

Figure 3. A - photomicrographs of the surgical specimen exhibiting fibrous stroma, acinar atrophy, and dilated 
ducts surrounded by chronic inflammation (H&E stain, ×10); B - histopathological features showing a homogeneous 
calcified structure in a concentric pattern (H&E stain, ×10).
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Although some sialoliths are removed by manipulation 
of the salivary gland, most patients require surgical 
excision, as shown in our case. Another treatment 
option is lithotripsy during sialendoscopy.1-10

Mucoceles, mucous retention cysts, and salivary 
gland neoplasms were initially considered in the 
clinical differential diagnosis when assessing nodular 
swelling of the oral mucosa. After performing a 
histopathological analysis, the final diagnosis was 
sialolithiasis.1-9 Moreover, in the current case, stomatitis 
glandularis (SG) should also be considered in the 
differential diagnosis. This condition is an uncommon 
suppurative chronic inflammatory disease of the 
minor salivary glands that mainly affects the lips, 
followed by the buccal mucosa and palate. SG has 
three clinical types: simple, superficial suppurative, 
and deep suppurative. Its etiology is unclear, but it 
has been associated with deep infection by bacterial 
colonization. To date, only five cases of SG have 
been reported. Three patients were women, and two 
were men, with a mean age of 55. These patients 
complained of swelling and purulent exudates, which 
were frequently symptomatic. The time of evolution 
of the lesions varied from 5 to 30 years; in three cases, 
multiple sites were involved (upper lip, lower lip, and 
buccal mucosa). After surgical removal of the lesions, 
microscopic examination showed chronic inflammatory 
cell infiltration, ductal ectasia, acinar atrophy, and 
absence of calcification deposits.11-14

Although challenging, SMSG should be considered 
in the clinical differential diagnosis of suppurative 
nodular swelling affecting the oral mucosa. Suppuration 
is possible in patients with sialolithiasis of the minor 
salivary glands, as reported in this clinical case with a 
15-year duration.

REFERENCES

1.	 Kessler AT, Bhatt AA. Review of the major and 
minor salivary glands, part 1: anatomy, infectious, 
and inflammatory processes. J Clin Imaging Sci. 
2018;8:1-8. http://dx.doi.org/10.4103/jcis.JCIS_45_18. 
PMid:30546931.

2.	 Wilson KF, Meier JD, Ward PD. Salivary gland disorders. 
Am Fam Physician. 2014;89(11):882-8. PMid:25077394.

3.	 Abe A, Kurita K, Hayashi H, Minagawa M. A case of minor 
salivary gland sialolithiasis of the upper lip. Oral Maxillofac 
Surg. 2019;23(1):91-4. http://dx.doi.org/10.1007/
s10006-019-00745-6. PMid:30719584.

4.	 Papin D. Salivary calculus. Dent Cosmos. 1864;5(6):136.

5.	 Rzymska-Grala I, Stopa Z, Grala B, et al. Salivary gland 
calculi: contemporary methods of imaging. Pol J Radiol. 
2010;75(3):25-37. PMid:22802788.

6.	 Wang WC, Chen CY, Hsu HJ, Kuo JH, Lin LM, Chen YK. 
Sialolithiasis of minor salivary glands: a review of 17 cases. 
J Dent Sci. 2016;11(2):152-5. http://dx.doi.org/10.1016/j.
jds.2015.10.006. PMid:30894964.

7.	 Kimura M, Enomoto A, Shibata A, Nishiwaki S, Umemura 
M. A case of sialolithiasis in a minor salivary gland of the 
buccal mucosa. J Clin Diagn Res. 2016;10(11):ZD06-
7. http://dx.doi.org/10.7860/JCDR/2016/21977.8766. 
PMid:28050512.

8.	 Bajpai M, Pardhe N. Sialolithiasis of lower lip: 
histopathological interpretation. J Ayub Med Coll 
Abbottabad. 2017;29(3):529. PMid:29076701.

9.	 Matiakis A, Tzermpos F. Sialolithiasis of minor salivary 
gland: a challenging diagnostic dilemma. J Korean Assoc 
Oral Maxillofac Surg. 2021;47(2):145-8. http://dx.doi.
org/10.5125/jkaoms.2021.47.2.145. PMid:33911048.

10.	Guenzel T, Hoch S, Heinze N, et al. Sialendoscopy plus 
laser lithotripsy in sialolithiasis of the submandibular gland 
in 64 patients: a simple and safe procedure. Auris Nasus 
Larynx. 2019;46(5):797-802. http://dx.doi.org/10.1016/j.
anl.2019.01.009. PMid:30765274.

11.	Williams HK, Williams DM. Persistent sialadenitis of the 
minor glands-stomatitis glandularis. Br J Oral Maxillofac 
Surg. 1989;27(3):212-6. http://dx.doi.org/10.1016/0266-
4356(89)90147-2. PMid:2742807.

12.	Lederman DA. Suppurative stomatitis glandularis. 
Oral Surg Oral Med Oral Pathol. 1994;78(3):319-22. 
http://dx.doi.org/10.1016/0030-4220(94)90062-0. 
PMid:7970592.

13.	Cannell H, Kerawala C, Farthing P. Stomatitis glandularis: 
two confirmed cases of a rare condition. Br Dent 
J. 1997;182(6):222-5. http://dx.doi.org/10.1038/
sj.bdj.4809351. PMid:9115840.

14.	Musa NJ, Suresh L, Hatton M, Tapia JL, Aguirre A, 
Radfar L. Multiple suppurative cystic lesions of the lips 
and buccal mucosa: a case of suppurative stomatitis 
glandularis. Oral Surg Oral Med Oral Pathol Oral Radiol 
Endod. 2005;99(2):175-9. http://dx.doi.org/10.1016/j.
tripleo.2004.02.070. PMid:15660088.

This study was carried out at São Paulo State University (Unesp), School of Dentistry, Araraquara, São Paulo, Brazil.

Authors’ contributions: Camila de Oliveira Barbeiro wrote the manuscript and followed the patient’s clinical and 

https://doi.org/10.4103/jcis.JCIS_45_18
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=30546931&dopt=Abstract
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=30546931&dopt=Abstract
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=25077394&dopt=Abstract
https://doi.org/10.1007/s10006-019-00745-6
https://doi.org/10.1007/s10006-019-00745-6
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=30719584&dopt=Abstract
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=22802788&dopt=Abstract
https://doi.org/10.1016/j.jds.2015.10.006
https://doi.org/10.1016/j.jds.2015.10.006
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=30894964&dopt=Abstract
https://doi.org/10.7860/JCDR/2016/21977.8766
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=28050512&dopt=Abstract
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=28050512&dopt=Abstract
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=29076701&dopt=Abstract
https://doi.org/10.5125/jkaoms.2021.47.2.145
https://doi.org/10.5125/jkaoms.2021.47.2.145
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=33911048&dopt=Abstract
https://doi.org/10.1016/j.anl.2019.01.009
https://doi.org/10.1016/j.anl.2019.01.009
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=30765274&dopt=Abstract
https://doi.org/10.1016/0266-4356(89)90147-2
https://doi.org/10.1016/0266-4356(89)90147-2
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=2742807&dopt=Abstract
https://doi.org/10.1016/0030-4220(94)90062-0
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=7970592&dopt=Abstract
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=7970592&dopt=Abstract
https://doi.org/10.1038/sj.bdj.4809351
https://doi.org/10.1038/sj.bdj.4809351
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=9115840&dopt=Abstract
https://doi.org/10.1016/j.tripleo.2004.02.070
https://doi.org/10.1016/j.tripleo.2004.02.070
https://www.ncbi.nlm.nih.gov/entrez/query.fcgi?cmd=Retrieve&db=PubMed&list_uids=15660088&dopt=Abstract


Barbeiro CO, Barbeiro RH, Bufalino A, León JE

5-5Autops Case Rep (São Paulo). 2022;12:e2021397

surgical treatment. Roberto Henrique Barbeiro contributed with the clinical analysis, patient’s surgical procedure, 
and her follow-up. Andreia Bufalino and Jorge Esquiche León contributed to the manuscript design, final data 
analyses, and critical review. All authors collectively proofread the final version and approved it for publication.

Ethics statement: The procedures performed in studies involving human participants were in accordance with 
the ethical standards of the institution, the national research committee, and with the 1964 Helsinki declaration 
and its later amendments or comparable ethical standards.

Conflict of interest: None.

Financial support: This study was partly supported by the Coordenação de Aperfeiçoamento de Pessoal de 
Nível Superior – Brasil (CAPES) – Finance Code 001.

Submitted on: October 21st, 2021 
Accepted on: July 24th, 2022

Correspondence 
Jorge Esquiche León 
Universidade de São Paulo (USP), Faculdade de Odontologia de Ribeirão Preto, Departamento de Estomatologia, 
Saúde Coletiva e Odontologia Legal 
Avenida do Café, S/N, CEP 14040-904, Ribeirão Preto, SP, Brasil 
Phone: +55 (16) 3315-4063 
jleon@forp.usp.br


