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Abstract

Adenomatoid hyperplasia is a rare lesion of the minor salivary
glands recognized by localized swelling that mimics a neoplasm.
This so-called pseudotumor usually occurring in adults 4" to 6" decade
of life mostly, in 80%, occurs as a unilateral swelling without ulcer on
the hard and soft palate. The pathogenesis of this condition is not
well known but local trauma might have a role. In this case report
three cases of adenomatoid hyperplasia have been reported to bring
attention to this lesion as it is clinically similar to many soft tissue
lesions of oral mucosa so should be considered while making a clinical
diagnosis. Also, Pathologists should investigate a proper sample size
under a microscope not to confuse a normal salivary gland adjacent
to salivary gland tumours with Adenomatoid hyperplasia.
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Introduction

Adenomatoid hyperplasia was first described by
Giansanti et al in 1971. They described Two cases
of an intraoral minor salivary gland lesion which
they introduced as unique lesions. The nature
of these lesions was not known by that time for
authors but they believed it was a hyperplasia kind of
adenoma.' Adenomatoid hyperplasia is a rare lesion

of the minor salivary glands recognized by localized
swelling that mimics a neoplasm.? Adenomatoid
hyperplasia or adenomatoid acinar hyperplasia as
opposed to adenomatoid ductal hyperplasia which
occurs mostly in the parotid gland occurs in the minor
salivary gland and involves acinar hyperplasia.?
This so-called pseudotumor usually occurring in
adults 4" to 6" decade of life mostly, in 80%, occurs
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as a unilateral swelling without ulcer on the hard
and soft palate. The pathogenesis of this condition
is not well known but local trauma might have a role.
This reactive hyperplasia has been seen in smokers
and denture wearers. also adjacent to neoplasms
and necrotizing sialo metaplasia. In a rare case,
it was related to a chromosomal translocation t 2
234 Adenomatoid hyperplasia most often occurs as a
sessile soft or firm painless mass normal in colour or
as some have been reported previously red or blue.
In the microscopic examination, lobular aggregates
of normal-appearing mucous acini are found which
are greater in number than would usually find in
any given area.? Hyperplasia and hypertrophy of
mucous acini often with fewer ducts than normal are
seen. Since clinically it looks like a tumour biopsy
is necessary to rule out benign and malignant soft
tissue tumours. Once the diagnosis of adenomatoid
hyperplasia is made no other treatment is required
and the lesion should not recur. The pathologist
has to be careful not to mistake adenomatoid
hyperplasia with adjacent normal salivary glands in
biopsies of true salivary gland tumours. So a good
clinical and pathological correlation is important in
the final diagnosis.2 Although this lesion is benign a

conservative biopsy and histological examination is
necessary to rule out salivary gland neoplasms. Here
3 case of adenomatoid hyperplasia is introduced to
bring attention to this lesion.

Report of Cases

Case Number 1

A 45 years old female patient with an asymptomatic
red bluish lesion on the floor of the mouth with a
clinical diagnosis of soft tissue tumour was referred
to an oral surgeon. Under local anaesthesia, an
excisional biopsy was performed and submitted
for histopathologic review to the oral pathology
laboratory in 10% buffered formalin. Routine
laboratory processes were performed, and paraffin
blocks were prepared. From each paraffin block, 4 to
5um sections were prepared and stained with H&E
stain for microscopic examination. Microscopically
circumscribed encapsulated lobules of normal-
looking mucinous acini were observed in excess
in lamina progeria of the otherwise normal oral
mucosa. Hypertrophy of mucous acini was not
observed. (figure 1A) The patient was followed for
1 year and no recurrence was reported.

Fig. 1: Mucous acini with pale-staining cells and bubbly cytoplasm.
Nuclei appear to be pushed against the basal cell membrane, H&E (x40)

Case Number 2

A 32 years old male patient with the complaint of
brown projection in the inferior labial vestibule with
the primary clinical diagnosis of mucocele and
hemangioma was referred to the oral surgeon.
A biopsy was performed and paraffin blocks were
prepared under routine laboratory processes.
Microscopic evaluation of the lesion was performed,
and the final diagnosis was adenomatoid hyperplasia
of a minor labial salivary gland. (figure1B) The
patient was followed for 6 months with no recurrence.

Case Number 3
A 35-year-old male patient was referred to the dental
clinic with a chief complaint of pain while chewing.

A red lesion was observed on the palate without
any secretion and a gradual enlargement was
reported by the patient without any familial history.
An excisional biopsy was performed. In microscopic
evaluation hypertrophy and hyperplasia of mucous
acini were observed with few ductal hyperplasia’s
and local minor inflammation around ducts.
(figure1C) The patient was followed for 6 months
with no recurrence.

Discussion

Adenomatoid hyperplasia is a rare lesion of the
4™ and 6" decade as seen in our study and other
case reports. Barrettes and Speight have reported
adenomatoid hyperplasia is a rare cause of oral
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mucosal swelling but it is significant because of
its clinical resemblance to salivary gland tumors."
of 20 cases reported by these authors have occurred
in the hard or soft palate.* Bryanti et al have also
reported a case of adenomatoid hyperplasia in the
palate.And as it was mentioned previously the most
commonplace reported for this lesion in the palate.
But cases reported in our case have occurred in
unusual places: labial mucosa and floor of the mouth
and one case was in the hard palate. In 2014 Dereci
and Cimen have reported a case of adenomatoid
hyperplasia in the buccal mucosa.b Iwaki et al have

reported mouth floor enlargements in edentulous
patients because of sublingual salivary gland
hyperplasia which is not implicated in our case.”
In the study of Barretts and Speight 14 subjects of
20 subjects diagnosed with adenomatoid hyperplasia
were tobacco smokers, denture wearers, or both,
which suggests chronic, local trauma may be an
important factor in the development of the condition.
In our case report none of the patients were smokers
or denture users and had no history of local trauma
to the area or any systemic disease as in the case
reported by Dereci and Cimen.5*

Table 1: clinical and histopathologic features of reported cases in brief

age gender location symptom Histopathology Recurrence
Case1 45 female Floor of mouth Non hyperplasia of mucous acini No
Case2 32 male Inferior labial vestibule Non hyperplasia of mucous acini No
Case3 35 male palate Pain on hypertrophy and hyperplasia of No
chewing  mucous acini ductal hyperplasia

localized minor inflammation
around ducts

Buchner et al have studied 40 cases of adenomatoid
hyperplasia and believe some of the cases may
represent a hamartoma or reactive hyperplasia,
but in most cases, the nature of the hyperplasia
isn't clear. Despite sialadenosis or enlarged major
salivary glands, adenomatoid acini hyperplasia is
not related to drugs, nutritional deficits, anorexia,
Nervosa, and neurogenic factors.®°8

Among cases reported by us, only one had complained
of pain and two others were asymptomatic. In that
case, as inflammation was observed in microscopic
evaluation of sample, pain might be due to local
trauma to the lesion. Patients reported by Dereci and
Cimen and Bryant et al did not have pain.®®

Three cases reported here did not show recurrence
after 12, and 6 months follow-ups as no recurrence
have been reported in the literature yet.'2'®
No recurrence was even after 10 years of follow-up
was seen in the study of Giansanti et al." However,
it is reported that one palatal case has developed
into mucoepidermoid carcinoma years after
diagnosis of adenomatoid hyperplasia. Malignant

transformation of this case was thought to be related
to chromosomal translocation t2'* which is the first
cytogenetic study of this lesion by Manor et al.>'°8
Although shimoyama et al have studied the nuclear
proliferation rate of cells in adenomatoid hyperplasia
and found this was equal to normal cells in palatal
mucosa. So it is not clear if this lesion has the
potential to recur or change into a malignant lesion
in the future.” We did not have clinical pictures of
patients reportedhere which is a limitation of our
study. Follow up was performed by phone.

Conclusion

Adenomatoid hyperplasia of minor salivary glands
is a rare lesion usually occurring in palatal mucosa.
Although as reported here can happen in any location
of the oral cavity which has minor salivary glands.
Its etiology and clinical significance are not known
yet but as it is similar to many soft tissue lesions
of oral mucosa such as fibroma, neurofibroma,
hemangioma, mucocele, and salivary gland tumours
it should be considered while making a clinical
diagnosis.'>' Pathologists should investigate a
proper sample size under a microscope not to
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confuse a normal salivary gland adjacent to salivary

gland tumours with Adenomatoid hyperplasia.
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