
1Nair PK, et al. BMJ Case Rep 2021;14:e243319. doi:10.1136/bcr-2021-243319

Canalicular adenoma: palatal presentation of an 
uncommon lesion
Priya K Nair, Beena R Varma, Ravi Veeraraghavan, Mahija Janardhanan  ‍ ‍  

Case report

To cite: Nair PK, Varma BR, 
Veeraraghavan R, et al. BMJ 
Case Rep 2021;14:e243319. 
doi:10.1136/bcr-2021-
243319

Department of Oral Medicine 
and Radiology, Amrita School 
of Dentistry, Amrita Vishwa 
Vidyapeetham, Amrita Institute 
of Medical Sciences, Cochin, 
India

Correspondence to
Dr Priya K Nair;  
​priyanairkk@​gmail.​com

Accepted 27 August 2021

© BMJ Publishing Group 
Limited 2021. No commercial 
re-use. See rights and 
permissions. Published by BMJ.

SUMMARY
Canalicular adenoma is a unique, rare, benign salivary 
gland neoplasm whose reported prevalence varies in 
different studies. According to literature, this neoplasm 
has a marked predilection to occur in the upper lip 
of elderly women. Histological features are usually 
distinctive and diagnostic. This neoplasm has good 
prognosis after conservative surgical management but 
the propensity of multifocal nature and recurrence of 
this lesion mandates regular follow-up. This case report 
illustrates the case of a canalicular adenoma in the 
palate in a 71-year-old male patient. Here, we discuss 
the differential diagnosis with a brief review of literature.

BACKGROUND
Canalicular adenomas (CAs) are rare, benign sali-
vary gland neoplasms which usually present as 
painless, freely movable submucosal mass, almost 
exclusively in the oral cavity of elderly people. 
Clinically, it can bear a resemblance to other sali-
vary gland lesions like mucocele, mucous retention 
cyst or pleomorphic adenoma and non-salivary 
gland lesions like epidermoid cyst, nasolabial cysts, 
lipomas, benign peripheral nerve lesions, benign 
fibrous lesions, haemangioma or varix. Although 
this lesion has a predilection for upper lip, it can 
occasionally be found in other oral sites also.1 
There have been many controversies regarding its 
origin and histologically this neoplasm is composed 
of cords or columns of cuboidal or columnar cells, 
usually with a connective tissue capsule and occa-
sional small cystic spaces.1 2 Locally aggressive 
neoplasms like adenoid cystic carcinoma (ACC) 
and polymorphous adenocarcinoma (PAC) can 
display similar histological pattern and the multi-
focal nature of CA. This commands proper differ-
entiation between these lesions failure of which 
can result in unwarranted extensive surgery and 
radiotherapy.3 Though histological features of CA 
are distinctive and diagnostic, immunohistochem-
ical examination may be essential to differentiate it 
from other salivary gland neoplasms in ambiguous 
cases.4 5 This case is important because CAs are rela-
tively rare, benign salivary gland neoplasm whose 
reported prevalence varies in different studies. In 
the present case, the lesion is in the palate which is a 
relatively rare site for the occurrence of CA. As per 
current literature where definite terminology of CA 
is given for the lesion in question, the prevalence 
is in the upper lip. We intend to highlight that CAs 
need to be included in the differential diagnosis of 
palatal nodular lesions and in case of ambiguity in 
diagnosis, immunohistochemical examination must 

be carried out. Though recurrence is rare multifocal 
nature of these lesions mandates regular follow-up.

CASE PRESENTATION
A 71-year-old male patient reported with a painless 
nodule in the upper left back region of the roof of 
the mouth for 2 years. On eliciting the history, the 
patient revealed that the nodule was small when 
he noticed it initially and gradually progressed to 
the present size. The nodule was neither painful 
nor associated with any discharge or bleeding. The 
patient could not recollect any history of trauma to 
the area. The patient gave a history of extraction 
of upper left back tooth 1 month ago which was 
uneventful. Medical history revealed diabetes and 
hypertension for which the patient is undergoing 
treatment. His family history was unremarkable. 
No abnormalities were detected on extraoral exam-
ination. On intraoral examination, a well-defined, 
solitary, ovoid lesion, approximately 3×2 cm in size 
in greatest dimension was present at the junction of 
hard and soft palate, 4 mm from the crest of alveolar 
ridge on the palatal aspect of maxillary left third 
molar region. The overlying mucosa was intact. A 
network of interlacing capillaries was present on 
the surface (figure 1). The lesion was non-tender, 
soft to firm in consistency and compressible. No 
palpable bruit or pulsations felt. Hard tissue exam-
ination revealed multiple missing teeth and grade 1 
mobility with respect to 27.

INVESTIGATIONS
A head and neck CT scan with contrast was ordered. 
The imaging study revealed an intensely enhancing 
soft tissue density swelling in the hard palate at the 
junction of hard and soft palate on the left, prob-
ably haemangioma. No bony erosion was present 
(figure  2A–C). Since the patient was diabetic and 
hypertensive and under treatment for the same, 
endocrinologist’s opinion was taken regarding 
his fitness to undergo operative procedure under 
general anaesthesia. Preanaesthesia check-up 
was done. An excisional biopsy of the lesion was 
planned under general anaesthesia.

DIFFERENTIAL DIAGNOSIS
Based on the history and clinical findings, a clin-
ical differential diagnosis of benign minor salivary 
gland neoplasm, possibly pleomorphic adenoma or 
vascular lesion like haemangioma was considered. 
Other possible differential diagnoses considered 
were solitary neurofibroma and non-odontogenic 
soft-tissue infection of the soft palate, possibly a 
palatal abscess.
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Pleomorphic adenoma was considered because it is the most 
common benign minor salivary gland tumour and it usually pres-
ents as a slow growing, painless, firm, submucosal mass on the 
hard palate.6 The soft to firm consistency of the lesion was not 
agreeable with that of pleomorphic adenoma. This raised the 

suspicion that this lesion could be another minor salivary gland 
neoplasm also.

Haemangioma was included because though they are develop-
mental in origin and often recognised at an early age, a neoplastic 
form may appear in the advanced age group.Though hard and 
soft palate involvement is rare, they can appear anywhere in 
the oral cavity.7 Moreover, in this case, the lesion presented 
with a network of interlacing capillaries on the surface and was 
compressible on palpation.

Isolated neurofibromas of the oral cavity presents as sessile or 
pedunculated, slow growing, painless, submucosal masses. Intra-
oral isolated neurofibromas are rare but when it occurs, tongue 
is the most common site involved. It may occur at any intraoral 
site including palate.8 Although the history and clinical presenta-
tion could suggest neurofibroma, this lesion being neurofibroma 
was less likely due to the presence of interlacing network of 
capillaries on the surface.

Non-odontogenic soft-tissue infection of the soft palate may 
present as a swelling but these lesions are classically tender, 
erythematous and poorly circumscribed. In the present case 
though the lesion was erythematous, it was non-tender, nodular, 
well-circumscribed and firm.9 These features along with the long 
duration of the lesion excluded the possibility of this lesion being 
a palatal abscess.

Therefore, taking into consideration the patient’s history 
and presenting features, our provisional diagnosis was that this 
lesion most probably represented a benign minor salivary gland 
neoplasm.

TREATMENT
An excision biopsy of the lesion was performed under general 
anaesthesia. After standard betadine preparation and isolation, an 
incision was placed around the lesion with an anterior and poste-
rior extension (figure  3). Lesion was undermined throughout, 
removed and sent for histopathological examination (figure 4). 
After achieving haemostasis, surgical site was closed with 3–0 
Vicryl and packed with Surgicel. Histopathological examination 
of the excised lesion revealed connective tissue stroma showing 
a tumour consisting of strands of epithelium consisting of single 
layer of columnar cells with hyperchromatic nuclei surrounding 
luminal spaces. The luminal space contained eosinophilic secre-
tory material. In adjacent areas, strands of epithelium giving a 
typical bilayered pattern was noticed (figure 5).

In the periphery numerous epithelial islands and small ductal 
spaces lined by cuboidal cells with hyperchromatic nuclei were 

Figure 1  Well-defined, solitary, ovoid lesion, at the junction of hard 
and soft palate with network of interlacing capillaries on the surface.

Figure 2  (A) Axial CT image showing intensely enhancing soft-tissue 
density swelling in the hard palate at the junction of hard and soft 
palate on the left. (B) Coronal CT image showing intensely enhancing 
soft-tissue density swelling in the hard palate at the junction of hard 
and soft palate on the left. (C) Sagittal CT image showing intensely 
enhancing soft-tissue density swelling in the hard palate at the junction 
of hard and soft palate on the left.

Figure 3  Incision around the lesion with anterior and posterior 
extension.
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noted. Connective tissue stroma between the tumour tissue 
was scanty and vascular. Areas of hyalinisation were noticed 
surrounding the tumour (figure 6). Lobules of normal mucous 
acini were seen associated with the lesional area. A diagnosis 
of CA was arrived at based on the histopathological findings. 
Immunohistochemistry needs to be done only in doubtful cases.

OUTCOME AND FOLLOW-UP
The patient was recalled after a week for suture removal and post-
operative evaluation. The postoperative period was uneventful 
and healing was found satisfactory (figure 7). The patient was 
reviewed on the 24th postoperative day and the healing was 
complete and the patient was kept under follow-up (figure 8).

DISCUSSION
CAs are unique, rare, benign salivary gland neoplasms with a 
predilection to occur in the elderly female population. There is 
a wide age range between 40and 90 years with the mean age of 
70 years. There is a wide range of reported prevalence of this 
tumour. As per Thompson et al and Khodaei et al, it represents 
less than one percent of all salivary gland tumours.10 11 Peraza et 
al in a systematic review in 2017 reported the prevalence of CA 

as 1%–3% of all salivary gland tumours.4 According to Buchner 
et al, CAs constitute 10.3% of benign tumours.12 This disparity 
may be due to the sample size in different studies and also 
regional variations. Jones et al reported a prevalence of 4.7% 
of all salivary gland tumours and 7.3% of all benign tumours.13 
This may be the most reliable one as it is a population based 
study.

The term ‘CA’ was used by Bhaskar and Weinmann to describe 
this neoplasm as it is now known, after reporting four cases of 
an intraoral benign salivary gland neoplasms.2 14 The definite 
differentiating feature suggested is that these kind of tumours 
do not show any myoepithelial cells separating it from benign 
mixed tumours.15 Earlier CA together with basal cell adenoma 
(BCA) was grouped as monomorphic adenoma to differentiate it 
from pleomorphic adenoma, but WHO classification of salivary 
gland neoplasms in 1992 considers these lesions as two different 
entities.16

Most of the minor salivary gland tumours are seen in the 
palate owing to the increased number of glands in this location 
unlike CA, which has a marked predilection for upper lip.

Other intraoral sites like buccal mucosa, palate, pharynx and 
rarely parotid gland can also be involved.1 3 Palatal presenta-
tion of this lesion is estimated to be ranging from 3% to 20%.17 
Three cases of intramandibular CAs have also been reported.18 
Our patient was an elderly male and the lesion was located in the 
palate. CAs usually present as painless, slow growing, movable, 
enlarging nodule. The consistency of these lesions ranges from 
firm to fluctuant. The surface of these tumours can be ulcer-
ated or non-ulcerated. They may also show haemorrhage, 

Figure 4  Surgical excision of the lesion.

Figure 5  Photo micrograph showing strands of epithelium 
surrounding luminal spaces containing eosinophilic material within it. 
In areas, the adjacent strands of epithelium gives the typical bilayered 
pattern.

Figure 6  Photomicrograph shows glandular epithelium consisting 
of columnar to cuboidal cells with hyperchromatic nuclei, surrounding 
luminal spaces. The intervening connective tissue stroma is scanty and 
shows vascular spaces and areas of hyalinisation.

Figure 7  First follow-up after 1 week after removal of suture.
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inflammation, pigmentation and mucous extravasation.17 Rarely 
the lesions arising in the palate can present with extensive ulcer-
ation, necrosis and bluish and erythematous discolouration. 
Benign tumours of the palate may compress vascular structures 
leading to necrosis.19 The clinical features in our patient were 
consistent with those in literature and made us consider that the 
lesion is more of a benign nature than malignant. The clinical 
features that support us to categorise between benign and malig-
nant minor salivary gland tumours are that the malignant lesions 
show fast growth, pain, ulceration, bleeding, adherence to super-
ficial or deep structures, lymphadenopathy, etc.20 Our patient 
did not present with any of these features.

Initially, CAs were thought to be of terminal duct origin. 
There have been many controversies regarding this and an 
origin from terminal cells of intercalated duct have also been 
reported.2 10 Histologically, this lesion is made up of cords or 
columns of cuboidal or columnar cells, usually with a connective 
tissue capsule. Occasional small cystic spaces are seen.1

Rarely, CAs can present as multifocal lesions clinically and 
histologically which makes it distinct from other intraoral sali-
vary gland tumours. Multifocal lesions constitute 10% of CAs 
and can vary from a second tumour mass to over 20 separate 
tumours and was mentioned as adenomatosis by some authors. 
According to their growth pattern, the multifocal variants can be 
categorised as clinical, microscopic and recurrent patterns.3 4 21

BCA is a benign lesion that should be considered in the differ-
ential diagnosis of CA. The age of onset, the location of the 
lesion and the histological features helps differentiate BCA from 
CA. CA generally occurs in elderly patients. BCA usually arises 
in major salivary glands when compared with CA.22 BCA has a 
general propensity to present two different cell types with the 
development of ductal structures. Ultrastructurally, an excre-
tory duct origin has been indicated for CA although an origin 
from intercalated duct has also been reported. On the contrary a 
myoepithelial or intercalated duct lineage is indicted for BCA.2

ACC and PAC are two locally aggressive malignant neoplasms 
that can display similar histological pattern and multifocal nature 
to that of CAs. PAC was previously referred to as polymorphous 
low-grade adenocarcinoma but the recent WHO classification 
of salivary gland tumours mentions to it as PAC. This mandates 
proper differentiation between these lesions, failure of which can 
result in unwarranted extensive surgery and radiotherapy.23 24 
Infiltrative nature, perineural invasion, avascularity of the crib-
riform component, uniformly cuboidal cells with angular nuclei 
and clear cytoplasm, strong expression of carcinoembryonic 
antigen and epithelial membrane antigen immunohistochemi-
cally, all helps differentiate ACC from CA. PAC can be differen-
tiated from CA by the presence of round to oval neoplastic cells 
with vesicular nuclei surrounded by mucohyaline connective 
tissue, perineural and intraneural neurotropism, etc.22 25

Histological features of CA are usually distinctive and diag-
nostic. Since CAs display distinct immunochemical activity, in 
uncertain cases, immunohistochemical examination using cyto-
keratins 13 and 14, vimentin and alpha smooth muscle actin 
may be essential to differentiate it from other salivary gland 
neoplasms.4 5

Standard treatment is surgical removal. There are reports of 
cases of upper lip and buccal mucosa treated by enucleation. 
Recurrences are rare and is reported to be only 5% in patients 
treated by surgical excision.4 A case of synchronous bilateral 
multifocal CA of nasolabial wrinkle of the nose which recurred 
1 year after surgical excision was reported by Mansueto et al.5 
The recurrent tumours probably signify growth of microscopic 
foci which persisted subsequent to removal of clinically apparent 
larger lesions.3 4

Patient’s perspective

I am relieved of my long-term fear of this lump being a cancer. 
Even though I did not have much problem during eating, 
swallowing and speaking earlier, I feel much better now after 
removing this lump

Learning points

►► Though rare, palatal canalicular adenomas (CAs) should be 
part of differential diagnosis of palatal nodular lesions.

►► Multifocal CAs can be misdiagnosed as malignant salivary 
gland neoplasms like adenoid cystic carcinoma (ACC) and 
polymorphous adenocarcinoma (PAC).

►► Immunohistochemical analysis is important to differentiate 
CA from other malignant salivary gland neoplasms like ACC 
and PAC.

►► Regular follow-ups of these lesions are mandatory as any 
residual microscopic foci can lead to recurrence particularly in 
case of multifocal lesions.
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Figure 8  Postoperative photograph on the 24th postoperative day 
showing complete healing of the lesion.
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