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Introduction

Chronic sclerosing sialadenitis,
known as Küttner’s tumour (KT),
was first described in the German
language literature by Küttner in
1896.1 This tumour is a chronic
inflammatory disease of the sali-
vary glands that produces a firm
and relatively painful swelling of
the glands. According to the
WHO, it is classified as a tumour-
like lesion of the salivary glands
due to its clinical similarity to a
neoplasm and lack of information
on KT may lead to errors in the
histopathologic diagnosis.2-4 The
aim of this article is to report a
case of KT of the submandibular
gland and to discuss its histologi-
cal and clinical characteristics.

Case

A 41-year-old man presented with
a 6-month history of an asympto-
matic hard swelling of the left
upper neck. The lesion was locat-
ed around the left submandibular
gland and extended slightly
towards the anterior surface of the
mandible. It was approximately
2 cm in diameter, painless, firm,

well circumscribed, and adherent
to deep tissues but not to skin. The
facial nerve function was intact.
His medical history did not reveal
evidence of regional or systemic
disorders. The rest of the ENT
examination was unremarkable.
Fine-needle aspiration biopsy was
performed, but the cytological
evaluation was inconclusive and
total excision was recommended.
Computed tomography of the
lesion revealed a smoothly con-
toured tumour located in the ante-
rior surface of the left sub-
mandibular gland with no evi-
dence of infiltration into the sur-
rounding tissues (Figure 1). The
gland was excised under general
anaesthesia, and the postoperative
course was uneventful. The
histopathologic examination of
the specimen revealed a dense
lymphocytic infiltration with lym-
phoid follicle formation, acinar
atrophy and loss in the parenchy-
ma, fibrosis in the stroma and
periductal fibrosis in some areas
(Figure 2). Neither real granulo-
mas nor sialoliths were found. On
the basis of these findings, a diag-
nosis of chronic sclerosing
sialadenitis was made. No recur-

rence was observed during follow-
up for 18 months.

Discussion

Chronic sclerosing sialadenitis,
also known as Küttner’s tumour, is
a tumour-like disease of the sali-
vary glands characterized clinical-
ly by a firm swelling of the glands.
Although some authors state that
this lesion occurs almost exclu-
sively in the submandibular gland
and not in other salivary glands,
few cases affecting the parotid
gland, affecting simultaneously
the parotid and submandibular
glands, and affecting simultane-
ously both parotid, both sub-
mandibular glands as well as the
minor salivary glands, have
recently been reported.5-7 Roh and
Kim8 also described a case involv-
ing the submandibular and
lacrimal glands bilaterally whilst
Jham et al.,3 one limited to the
minor salivary glands.

Although KT is a common
submandibular disease, many
clinicians and pathologists have
under-recognized this entity
because of its clinical and radio-
logical resemblance to neoplasia,
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and the presence of only a few
reports in the English literature. In
the Salivary Gland Registry of the
University of Hamburg, KT was
found to be the third most frequent
cause (20%) of chronic sialadeni-
tis, and more than 1000 cases
were recorded.2,5 It affects males
more often than females and all
ages from 12 to 83 years (median
age 44 years).8

The exact aetiology of KT is
still unknown, and several theories
have been proposed including the
presence of sialoliths and conse-
quent duct obstruction, infectious
agents, secretory dysfunctions,
duct abnormalities and immune
processes.3,9-11 In our case, no
sialolith was found.

Histological and immunohisto-
chemical examinations are
required for the definitive diagno-
sis of KT. Its cellular characteris-
tics with variable areas of fibrosis
may cause difficulty in making the
diagnosis via needle aspiration.12

The disease was staged by Seifert
and Donath10 into four stages:

stage 1, focal sialadenitis; stage 2,
diffuse lymphocytic sialadenitis
with fibrosis; stage 3, chronic
sclerosing sialadenitis with sali-
vary gland sclerosis; and stage 4,
chronic progressive sialadenitis
with salivary gland cirrhosis. Our
case was evaluated to be a stage 2
lesion. Some authors also recom-
mend an immunohistochemical
analysis of lymphocyte subtypes
for making a reliable diagnosis.5,11

The differential diagnosis of
KT includes fibrohistiocytic
tumours, sclerosing lymphoma
(including nodular Hodgkin’s dis-
ease), sialadenosis, sarcoidosis,
low-grade neoplasms of the sali-
vary gland, benign lymphoepithe-
lial lesions (with or without
Sjögren syndrome), Kimura’s dis-
ease, extranodal marginal zone B-
cell lymphoma of mucosa-associ-
ated lymphoid tissue, inflammato-
ry pseudotumour and radiation
effects.3,12 Several studies have
investigated the immunologic
aspect of KT, and Tsuneyama et
al.13 observed the presence of acti-

vated B cells in the centre of the
lymphoid follicles in KT. They
also reported that the histology of
the submandibular gland in a
patient with both KT and primary
sclerosing cholangitis appeared
similar that found in the common
bile duct, and suggested the
importance of an active local
immune response in the
aetiopathogenesis of KT.
Immunohistochemical studies
have demonstrated a similar distri-
bution of immunologic cells such
as HLA-DR–positive antigen pre-
senting cells, lymphocytes, and
mast cells in periductal and scle-
rosing areas in both the bile duct
and the salivary gland duct.13

Tiemann et al.11 showed that this
disease is characterized by abun-
dance of CD8-positive T cells and
cytotoxic destruction of glandular
epithelial cells with features of an
autoimmune process. In our
patient, there was no history of
systemic disease and the laborato-
ry parameters were within normal
limits. During the follow-up

Figure 2
Histopathologic view of the lesion: diffuse lymphocytic infil-
tration, and periductal fibrosis. The ductal system shows
inspissated secretion and focal metaplasia. Periductal lym-
phoid follicles are well developed. There is fibrosis in the cen-
tres of the lobules, accompanied by atrophy of acini (HE,
�100).

Figure 1
Arrow indicates the left submandibular mass
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period, no symptom or sign of a
specific systemic or regional dis-
ease was encountered.

Traditionally, total extirpation
of the affected salivary gland has
been advised for definite diagno-
sis and treatment of the disease.5

In contrast, Cheuk and Chan14

reported their fine needle aspira-
tion biopsy findings in seven cases
with KT, and concluded that in
combination with the clinical find-
ings, the fine-needle aspiration
cytologic findings can strongly
suggest the diagnosis of KT and
may obviate the need for surgical
intervention. KT is entirely
benign, and to date there have
been no reports of malignancy.12,15

Conclusion

Küttner’s tumour should be
remembered in the differential
diagnosis of the lesions affecting
the salivary glands. Because of its
cellular characteristics with vari-
able areas of fibrosis, making the
diagnosis via needle aspiration
may cause difficulty. Total exci-
sion of the affected salivary gland
should thus be performed.
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