
66

Nitte University Journal of Health Science

Introduction

Sialolithiasis is the formation of a calcified mass (sialolith) 

in the salivary glands. It is said to affect 0.1 to 1% of the 

population with a male predilection and 30 to 60 years 

being the most common age.  (1)Of all the salivary glands, 

sialoliths are most commonly found in the submandibular 

gland (80-95%)  (2). This is owing to longer, tortuous 

Wharton's duct, anti-gravity flow of saliva in 

submandibular gland and a more viscous consistency of 

the submandibular secretion due to alkalinity, mucin 

proteins and greater amount of calcium and phosphates. 

(3)According to Lutsmann et al, 78.8 % of sialoliths are <10 

mm, 13.6% are between 10-15 mm and 7.65 % are >15 mm.  

They more commonly found in the duct than in the 

parenchyma. (4)

Sialadenitis is the inflammation of the salivary glands. The 

etiology can be infectious or autoimmune. Incidence of 

sialadenitis in submandibular gland consists of 10% of all 

major salivary glands. Silaolithiasis is considered to be one 

of the common causes of sialadenitis. Sialadenitis 

commonly shows an enlarged, tender gland causing pain 

on swallowing and elevation of the floor of the mouth. 

A cutaneous fistula seen in the neck along the anterior 

border of the sternocleidomastoid is a common 

presentation of second or third branchial cleft fistula or 

sinus. Although this condition is congenital, it may present 

later in life.  (5) The presentation is however rare after 40 

years of age. A hetertotropic salivary gland may also 

present similarly however being rare.  (6) A fistula in the 

neck as a result of sialadenitis and a sialolith of an unusual 

size, extending upto the supraclavicular space and showing 

a fistulous opening in the middle of neck could not be 
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found in the English literature.

We report a case of a sialolith of an unusual size in the 

submandibular gland presenting with sialadenitis 

manifesting as a fistula in the cervical region mimicking a 

branchial fistula.

Case Report

An 80 year old male reported to Justice K.S. Hegde Medical 

Hospital with the chief complaint of pain and pus discharge 

from the left side of the neck since15 years. The pain was 

insidious in onset, gradually progressive, and of throbbing 

type. The patient was a known case diabetes mellitus type 

II, hypertension and asthma. Patient gave a history of 

incision and drainage being done in the same region 5 years 

back.

On examination an extraoral swelling was noted in the left 

submandibular region which was hard and localised on 

bimanual palpation. No tenderness or discomfort was 

noted. A cutaneous fistulous opening was visible in the 

neck roughly at the junction of upper third and lower two 

third of the anterior border of the sternocleidomastoid. 

This presentation was similar to that due to a branchial 

fistula. (Fig 1-A & B) Intraoral examination revealed an 

edentulous mandible however no swelling or signs were 

noted in relation to the floor of the mouth or the opening of 

the submandibular duct.  A CT scan was done which 

revealed a large sialolith of the left submandibular gland 

and a fistulous tract extending from the submandibular 

gland. (Fig 2) A provisional diagnosis of chronic sialadenitis 

manifesting as a cervical fistula in association with a large 

sialolith was made.

The patient was taken up for sialedenectomy and neck 

exploration under general anesthesia. A horizontal incision 

was first made involving the fistula. Surprisingly, when the 

fistulous tract was traced, it led to the left supraclavicular 

area. A small incision was made in the supraclavicular area 

which confirmed the extension of the tract to the same 

area.(Figure 3) The tract here was disconnected.The tract 

was then traced above the fistulous opening which led to 

the submandibular gland. The extensive fibrosis of the 

periglandular tissue made the dissection difficult. The 

gland was then excised with careful dissection along with 

the fistulous tract. (Figure 4-A)Hemostasis was achieved 

and the wound was closed in layers. The gland revealed a 

large sialolith measuring 30X10X10 mm. (Figure 4- B) 

Histopathological examination revealed dilated ducts 

showing calculi with dense infiltration of leukocytes. It also 

showed dense infiltration of lymphocytes along with 

fibrosis. An informed consent was taken before publishing 

the case.

Discussion

Sialolithiasis accounts for approximately 30% of all salivary 

gland disorders. It normally presents with pain, swelling 

and tenderness. Sialedinitis more commonly involves 

parotid gland however submandibular gland may also be 

involved. It shows elevation of the floor of the mouth, pain, 

tenderness and swelling. In the present case, the patient 

was relatively asymptomatic in relation to the 

submandibular region. The fistulous opening present in the 

cervical region was associated with pain and minimal 

discharge.  The common region for the occurrence of 

sialolith includes the duct especially near the curved 

portion and the hilum. Intraparenchymal sialoliths are rare. 

(7) In the present case the stone was found within the 

parenchyma of the gland which accounts for only 9 to 17% 

as reported by the literature. (4). The average size of the 

salivary calculi is known to lie between 3.3 and 17.9 mm  

(8)and all sialoliths greater than 10 mm in size can be called 

as those of an unusual size (9).

A large sialolith or chronic sialidinitis have been known to 

create opening in the floor of the mouth considering the 

fact that infection is known to follow the path of least 

resistance (10).However in the current case, the infection 

has spread along the superficial layer of the deep cervical 

fascia or rather below it,reaching the supraclavicular space. 

The superficial layer of the deep cervical fascia envelopes 

t h e  p a ro t i d  a n d  t h e  s u b m a n d i b u l a r  g l a n d ;  

sternocleidomastoid and trapezius muscle creating the 

suprasternal space of Burns above the sternum. Cutaneous 

fistulas due to submandibular sialoliths are rare. (11)  
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(12) (13)No evidence of cervical fistula leading to the 

supraclavicular space due to an unusual size 

submandibular sialolith presenting in the parenchyma of 

the glands has ever been reported in the English literature.

The conventional way to treat a sialolith includes removal 

of the sialolith through an intraoral incision. Owing to the 

unusual size of the sialolith in the parenchyma of the gland 

and presence of the fistulous tract a decision to perform 

sialoadenectomy was made.

A literature review of sialoliths demonstrate a rather 

underdiagnosed condition known as Kuttner's tumour or 

chronic sclerosing sialadenitis. It has been classified under 

tumor like lesions of salivary glands by the World Health 

Organisation (WHO). (14)The condition is known to show a 

hard asymptomatic swelling in the parenchyma of the 

g l a n d ,  t h e  g l a n d  s h o w i n g  f i b r o s i s ,  d e n s e  

lymphoplasmacytic infiltration and loss of acini. The 

patients are also known to have a high serum IgG4. (15) On 

the basis of the clinical picture of the patient, a differential 

diagnosis of Kuttner's tumour was made and serum sent 

for IgG4evalution. The value of IgG4 was inconclusive and 

hence a definitive diagnosis as Kuttner's tumour could not 

be made. Also absence of any plasmcytic infiltration and 

presence of leukocytesin addition to lymphocytes 

histopathologically, further led to ruling out of this lesion.

Conclusion

Apart from conventional surgical treatment, treatment 

modalities such as sialedenoscopy and lithotripsy are 

gaining momentum. However for salivary stones greater 

than 12 mm and those which fail lithotripsy treatment, 

gland removal still remains a mainstay.  (16) This case 

represents a unique finding of a cutaneous fistula 

mimicking a branchial fistula in addition to the presence of 

a sialolith of an unusual size in the parenchyma of the 

gland.
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