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ABSTRACT 
 

Canalicular adenoma (CA) is an exceedingly uncommon and unique benign neoplasm of the 
salivary glands. This particular neoplasm characteristically affects the minor salivary glands located 
in the upper lip, buccal mucosa, and palate. It is most frequently observed in individuals of middle 
age or those who have reached an older age, displaying a predilection for the female gender. 
Clinically, it typically manifests as a painless, gradually enlarging, non-ulcerated nodule or swelling. 
The standard approach to managing this neoplasm involves the utilization of surgical techniques 
such as excision or enucleation. Remarkably, within the confines of this case report, we present the 
details of a rather exceptional occurrence of CA, which was encountered within the left 
parapharyngeal space of a young woman aged 25, thereby potentially constituting the initial 
documented instance of such a lesion occurring within the parapharyngeal space. 

Case Study 
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1. INTRODUCTION 
 
“The utilization of the term 'Canalicular Adenoma' 
(CA) was initially employed by Bauer WH and 
Bauer JD in the year 195”3 [1]. “Previously, 
Canalicular adenoma (CA) was grouped under 
the category of monomorphic adenoma 
alongside other uncommon benign salivary gland 
neoplasms such as basal cell adenoma, 
oncocytoma, and Warthin´s neoplasm. The term 
monomorphic adenoma was utilized to 
differentiate these neoplasms from pleomorphic 
adenoma. Initially, it was hypothesized that CA 
originated from terminal duct cells. The ongoing 
debate surrounding the cell of origin has resulted 
in numerous modifications in the nomenclature 
and classification of CA throughout the years. 
Nonetheless, in the most recent two editions of 
the World Health Organization (WHO) 
classification, CA has been distinguished from 
other monomorphic adenomas and is considered 
to be a distinct salivary gland neoplasm” [1]. “It 
accounts for approximately 1-3% of all salivary 
gland neoplasms and tends to occur 
predominantly in the minor salivary glands. From 
a clinical perspective, CA typically manifests as a 
well-defined, painless, slow-growing, mobile 
nodule, which may exhibit either firm or fluctuant 
characteristics upon palpation”. [2] According to 
the WHO histological classification of head and 
neck neoplasms, "the CA is defined as a benign 
salivary gland neoplasm comprising 
monomorphous epithelial ductal cells arranged in 
anastomosing cords within a cell-poor vascular 
stroma" [3]. “Based on the findings derived from 
immunohistochemistry and ultrastructural 
analysis, it has been determined that the cells of 

origin for CA are the intercalated duct luminal 
cells” [4,5]. The purpose of this paper is to 
present a unique case of CA in a female patient, 
which occurred in the left parapharyngeal space. 
 

2. CASE REPORT 
 
We report the case of a 25-year-old woman, with 
no pre-existing medical conditions, who sought 
consultation in our department for a two-year 
history of progressive swelling in the left 
submandibular region. The patient was initially 
asymptomatic and without signs of pain or 
compression. She experienced a shift in the last 
6 months marked by pharyngeal discomfort, 
particularly during the ingestion of solid food. 
Initial examination revealed a mass in the upper 
laterocervical region of the left side. It was firm, 
indolor, mobile to the superficial layer and fix to 
deep planes with no skin changes overlaying the 
lesion. The oropharyngeal examination was 
marked by a medialisation of the left tonsil region 
and a bulge in the lateral wall of the 
nasopharynx. Neurological examination was 
normal. CT scan imaging revealed a well-defined 
oval tissue lesion, located within the left 
parapharyngeal space, measuring 5 x 3.1 
centimeters. In spontaneous contrast, it 
demonstrated isodensity and exhibited 
heterogeneous contrast enhancement following 
injection. The mass exerts pressure on both the 
nasopharynx and oropharynx, resulting in a slight 
medial deviation. It was in proximity with              
deep parotid lobe externally, the medial  
pterygoid muscles anteriorly and remained              
at a distance from the sub mandibular gland 
inferiorly. (Fig. 1). 

 

 
 

Fig. 1. CT scan with contrast showing an isodense mass 
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Fig. 2.  Axial MRI cuts showing a parapharyngeal mass, isointense T1 and hyper intense T2 
 

 
 

Fig. 3. Diffusion weighted sequence showing a hyper intense lesion 
 

 
 

Fig. 4. Preoperative picture of the nodular mass after complete excision 
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Fig. 5. a and b: H&E stained section of the biopsy a(x10) and b (x40) : canalicular pattern with 

cords and ribbons showing connections between opposing columnar cells within spaces 
formed by cuboidal to columnar basaloid cells 

c: Immunostained section of the biopsy c (x10) : stromal cells are positif for GFAP 
d: (x20) :CKAE1/AE3 is positif in tumoral cells 

 
The MRI showed that the mass was located 
medially to the carotid arteries, in hypersignal T2 
and in Diffusion-weighted sequence. It presents 
intimate contact with adjacent muscles, the 
parotid and the cortex of the left mandible with no 
additional cervical abnormalities. A 
paraganglioma was initially evoked. (Figs. 2,3). 
 
Following a Sebilleau incision, the mass was 
successfully exposed by a senior surgeon 
through the sectioning of the posterior belly of 
the digastric muscle. Careful dissection ensued, 
leading to the total excision of the mass (Fig. 4). 
Subsequent histological examination identified a 
nodular fibromyxoid lesion, with an 
immunohistochemistry study revealing diffuse 
expression of Pankeratin AE1AE3 and PS100. 
Negative results were obtained for CD34, AML, 
Chromogranin, synaptophysin, CD56, P63, and 
CD10. The Ki-67-labeling index was less than 
2%, favoring a diagnosis of canalicular adenoma 
(Fig. 5). The postoperative course was 
uneventful, with the patient discharged the 

following day. A 6-month follow-up revealed no 
signs of recurrence, and the wound exhibited 
good healing. 
 

3. DISCUSSION 
 
Canalicular adenoma is a rare salivary neoplasm 
that accounts for 1-3% of all salivary gland 
tumors [1-5,6-9]. “CA accounts for about 2% of 
more than 12 000 salivary gland neoplasms 
registered in AFIP since 1970. In a 
clinicopathological analysis of 493 salivary gland 
tumors”, Fonseca et al (2012) reported 11 Cas 
[10].  In a large review of 3988 tumors, Pires et al 
(2007) reported “15 CA, representing 3.2% of all 
salivary gland neoplasms” [8].  
 
The specific cause of the lesion is uncertain [11]. 
“CA is distinguished by asymptomatic 
slow development and a significant preference 
for the upper lip, followed by the buccal mucosa 
and hard palate” [4,12-20]. “It is one of the 
monomorphic adenomas with a stable 

a b 

c d 
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architectural structure” [21]. It is frequently 
encapsulated and composed of columnar cells in 
a stroma of loose connective tissue [22; 23-30]. 
 
Historically, canalicular adenoma was thought to 
be part of the spectrum of morphologic changes 
seen in basal cell adenoma. However, because 
of its distinct clinical, morphologic, 
immunohistochemical (IHC), and ultrastructural 
properties, it is now regarded to be a different 
entity [29]. 
 
We reported the case of a canalicular adenoma, 
in the parapharyngeal space, which is a very rare 
localization. The most commun histological type 
of benign salivary gland tumors, in the 
parapharyngeal space is pleomorphic adenoma 
[31,32-34].  
 
Canalicular adenoma typically affects individuals 
between the fourth and ninth decades of life. The 
average age of occurrence is in the seventh 
decade. It is often female-dominated [12;35], with 
a male-to-female ratio of 1:1.8 [35;36]. 
 
The present case was diagnosed in a 25-year-
old female, and occurred in the parapharyngeal 
space. The age of our patient doesn’t fall within 
the age gap previously described for CA. 
However, a literature search did not reveal any 
previous case of CA reported to occur in the 
parapharyngeal space, thus making the present 
case possibly the first case of canalicular 
adenoma to be reported involving the 
parapharyngeal space. 
 
Canalicular adenoma lesions are characterized 
by a well-defined, non-tender swelling or nodular 
mass that can have a solid or fluid-filled 
consistency [7;37]. The most common 
presentation is a solitary nodule; however, it can 
also present as multiple nodules separate from 
the main tumor [7,37,38]. These lesions typically 
exhibit a slow growth rate and are indolor, 
mobile, and compressible, affecting the mucosal 
and submucosal tissues. In our case, the 
swelling was observed in both the submucosal 
tissue and the upper cervical region due to the 
extent of the mass. The color of the overlying 
mucosa is usually normal, but it may have a blue 
hue resembling a mucocele [19]. Microscopic 
analysis reveals that the neoplasm consists of a 
single layer of cuboidal or columnar cells, which 
can arrange themselves in parallel, elongated 
tubes, columns, or cords [35]. Similarly, the 
histopathologic examination of our case 
demonstrated the presence of a tubular structure 

composed of a single layer of columnar cells. 
The cell rows are closely positioned to one 
another and may appear as double cell rows 
[35]. 
 
The preferred method for treating CA is surgical 
excision, which has long been regarded as the 
ultimate approach of choice in the medical 
community. This procedure involves the removal 
of the affected tissue, ensuring that a modest 
margin of seemingly normal tissue is also 
excised, even if no biopsy is conducted 
beforehand. It has been established that this 
conservative approach with a modest margin is 
sufficient in achieving favorable outcomes [12]. In 
our specific case, the CA following the excision 
appeared as light tan to brown lesions, which 
were nicely confined within the excised area. 
This containment is a positive sign, indicating 
that the surgical excision was successful in 
removing the affected tissue without any spread 
or infiltration. Recurrence of CA is an uncommon 
occurrence, with only a few recorded cases in 
medical literature. It is noteworthy to mention that 
our patient has been under careful monitoring for 
the past six months, and no signs of recurrence 
have been observed during this period. This is an 
encouraging finding that reassures us about the 
effectiveness of the surgical excision. However, it 
is important to note that multifocal lesions, which 
involve the presence of multiple CA lesions, are 
known to have a higher likelihood of 
reoccurrence. Although rare, these cases 
necessitate close surveillance and follow-up 
examinations to ensure early detection of any 
potential recurrence. In general, CA is primarily 
characterized by its benign behavior, with no 
instances of malignant change documented in 
medical literature [18,39]. This benign nature of 
CA is a reassuring aspect that provides further 
support for the effectiveness of surgical excision 
as the treatment of choice. 
 

4. CONCLUSION 
 
Canalicular adenoma is a distinctive neoplasm of 
the minor salivary glands, originating from the 
luminal cells of the intercalated duct. The 
incidence of this tumor is higher in women 
compared to men, particularly in individuals in 
their seventh decade of life. Predominantly 
affecting the upper lip, but also involving the 
buccal mucosa and palate, these tumors typically 
manifest as small masses (with an average size 
of 1.2 cm) that gradually increase in size and are 
devoid of pain or ulceration. Approximately 9% of 
cases exhibit multifocality. Histologically, the 
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presence of tumor cell beading and intraluminal 
squamous balls/morules is a distinguishing 
feature, while the myxoid stroma, cystic 
appearance, and microliths represent 
characteristic histologic findings. The application 
of a relevant immunohistochemical panel 
consisting of S100 protein, p63, CK5/6, and 
GFAP can effectively exclude other tumors in the 
histologic differential diagnosis, yielding results 
that are both distinctive and discriminatory. 
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