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A case of heterotopic salivary tissue: Pleomorphic adenoma of the nose.
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Abstract

Objective: Pleomorphic adenomas are benign tumors of epithelial origin which typically present as
tumors of the salivary gland. In this case report, we present a rare case of ectopic pleomorphic
adenoma of the nose, review the epidemiology and pathology of this neoplasm, and address concerns
for recurrence and malignant transformation. The pathology report noted a diagnosis of benign mixed
tumor (pleomorphic adenoma).

Methods: A single case was reviewed for this case study. The patient is an 11 year old female who
presented with a soft, mobile mass on her nasal bridge.

Results: The mass was excised under general anaesthesia and sent for pathology evaluation. The
pathology report noted a diagnosis of benign mixed tumor (pleomorphic adenoma). Other cases of
heterotopic pleomorphic adenomas have been described in the literature, including in the breast, lung,
and skin.

Conclusions: In evaluation of facial masses, the rare diagnosis of heterotopic pleomorphic adenoma
should remain low on the list of differential diagnoses. However, should pathology reveal this
diagnosis, the physician may be reassured by the benign nature and good post-excision prognosis of

this pathology, while remaining aware of the possibility of recurrence or malignant transformation.
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Introduction

Pleomorphic adenomas, also referred to mixed tumors [1], are
benign tumors of epithelial origin [2]. Typically tumors of the
salivary gland, pleomorphic adenomas are most often found in
the parotid gland, but may also be located in the minor salivary
glands and submandibular glands [3,4]. Cases of heterotopic
pleomorphic adenomas are described in the literature, including
in the breast lung and skin [5-9]. In this case report, we present
a rare case of ectopic pleomorphic adenoma of the nose. We
review the epidemiology and pathology of this neoplasm, and
address concerns for recurrence and malignant transformation.

Case Presentation

The patient is an 11 year old female with no past medical
history who presented to our plastic surgery clinic for
evaluation of a mass on her nasal bridge. The family denied
antecedent trauma, and noted that the mass had been present
for about one year. The patient had previously seen a
dermatologist regarding the mass, and had undergone two
steroid injection treatments. The family denied drainage from
the mass. On exam, the mass was 5 mm in diameter, soft, and
mobile, and located on the lateral aspect of the right nasal
bridge. As the mass was not located in the midline and not
present at birth, glioma or encephalocele were unlikely and
imaging was not obtained. The mass was excised under local
anesthesia (a field block consisting of a 3 ml mixture of 0.25%
bupivacaine with epinephrine buffered with bicarbonate,
injected after applying topical anesthetic), and the specimen
was sent for pathologic evaluation. The pathology report noted
a diagnosis of benign mixed tumor (pleomorphic adenoma).
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The patient was found to be healing appropriately at post-
procedure clinic follow-up visits without evidence of
recurrence; her most recent follow-up to date was two months
post-procedure.

Discussion

Pleomorphic adenomas are the most common neoplasm of the
salivary glands [2]. This tumor most commonly occurs in the
parotid gland (80%), with an additional 10% located each in
the minor salivary glands and the submandibular gland [4]. The
tumors have been identified in the skin in regions with
apocrine/eccrine glands as well as in the lung and breast [5-9].

A selection of case reports describing pleomorphic adenomas
of the facial skin/subcutaneous tissue follow. In 2002, Tsukuno
and colleagues described a case of two subcutaneous
pleomorphic adenomas of the face. In this case, both tumors
were located within the subcutaneous tissues above glands:
parotid and lacrimal [10]. Nakamura and colleagues (1988)
also described a case of multiple facial pleomorphic adenomas,
one recurrent tumor in the right parotid area, and two tumors of
the facial skin: one of the earlobe and one of the temporal
regions [11]. The tumor has been described in the nasolabial
fold and similarly to the case presented here in the
subcutaneous tissue of the external nose [12,13].

Clinically, pleomorphic adenomas typically present as firm,
painless masses with slow growth. When small, the tumors are
generally smooth, firm, and mobile, but can attenuate the
overlying tissue with growth. They are usually diagnosed in the
third and fourth decades of life, with a mean age of
presentation of 46 years. They are diagnosed three-to-four
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times more often in women than in men [2,4]. Pleomorphic
adenomas are smooth, multilobular, and have an apparent
capsule, beyond which cells may be seen to extend on
microscopic evaluation [3]. These tumors originate from
epithelioid tissue, though their histological appearance can
vary greatly due to their composition and features of growth
consistent with both epithelial and mesenchymal-like tissue
[2,3]. Development of pleomorphic adenomas involves over-
expression of the proto-oncogene Pleomorphic Adenoma
Genel (PLAG1)(3) or the gene HMGAZ2 [1].

In 1968, Willis described the three ways in which
developmental heterotopias, such as that described in this case
report, can occur. The first is development of vestigial
structures which would otherwise not persist in the course of
growth (with accessory lingual thyroid at the superior aspect of
the thyroglossal duct as an example). The second is by
displacement of rudimentary organ tissue as organs move
during the course of development (e.g. adrenal tissue carried
during gonadal descent). The third is heteroplasia, or abnormal
tissue differentiation (e.g. gastric mucosal differentiation in a
Meckel’s diverticulum of the intestine) [14]. Of historical note,
Hirsch and Helwig proposed the name “chondroid syringoma”
in 1961 to describe mixed tumors of the skin, salivary type,
which contained sweat gland elements and prominent
cartilage-like material [15]. They described a distribution of
188 cases. Of these cases, 150 were of the head and neck (87
of those were of the nose), 9 were of the axilla/anterior chest, 8
were of the trunk, 19 were of the extremities, and 2 were of the
genitalia [15].

Pleomorphic adenomas are benign growths. However, they can
develop into malignant mixed tumors (carcinoma ex.
pleomorphic adenoma). The older the patient or the longer the
tumor is present, the more likely the transformation of benign
pleomorphic adenoma into its malignant counterpart becomes
[2]. An excellent prognosis follows adequate surgical removal
of pleomorphic adenomas [2]. However, recurrence can occur
[1]. Seeding can occur if the tumor is ruptured intraoperatively.
Additionally, while pleomorphic adenomas appear to have
capsules, tumor cells can extend beyond them; therefore,
enucleation of the tumor can leave cells behind [4].

Conclusion

In evaluation of facial masses, the rare diagnosis of heterotopic
pleomorphic adenoma should remain low on the list of
differential diagnoses. However, should pathology reveal this
diagnosis, the physician may be reassured by the benign nature
and good post-excision prognosis of this pathology, while
remaining aware of the possibility of recurrence or malignant
transformation.

References

1. Eveson JW, Kusafuka K, Stenman G, et al. Pleomorphic
adenoma: Pathology and genetics of head and neck tumors.
WHO Classification of tumours. (3rd edn). Pp: 254-8.

333

2. Ellis GL, Auclair LP, Gnepp DR. Surgical pathology of the
salivary gland. WB Saunder. Philadelphia. 1991.

3. Carlson ER, Robert AO. Salivary gland pathology:
Diagnosis and management (2nd edn) 2015.

4. Bradley PJ, Eisele DW. Salivary gland neoplasms in
children and adolescents. Adv  Otorhinolaryngol.
2016;78:175-81.

5. Agnantis NJ, Maounis N, Priovolou-Papaevangelou M, et
al. Pleomorphic adenoma of the human female breast.
Pathol Res Pract. 1992;188(1-2):235-40.

6. Narita T, Matsuda K. Pleomorphic adenoma of the breast:
case report and review of the literature. Pathol Int.
1995;45(6):441-7.

7. Sakamoto H, Uda H, Tanaka T, et al. Pleomorphic adenoma
in the periphery of the lung. Report of a case and review of
the literature. Arch Pathol Lab Med. 1991;115(4):393-6.

8. Tyagi NN, Abdi UU, Tyagi SP, et al. Pleomorphic adenoma
of skin (chondroid syringoma) involving the eyelid. J
Postgrad Med. 1996;42(4):125-6.

9. Palioura S, Jakobiec FA, Zakka FR, et al. Pleomorphic
adenoma (formerly chondroid syringoma) of the eyelid
margin with a pseudocystic appearance. Surv Ophthalmol.
2013;58(5):486-91.

10. Tsukuno M, Nakamura A, Takai S, et al. Subcutaneous
pleomorphic adenomas in two different areas of the face.
Scand J Plast Reconstr Surg Hand Surg. 2002;36(2):109-11.

11. Nakamura S, Nakayama K, Ito F, et al. Multiple mixed
tumor (pleomorphic adenoma): a clinicopathological study.
J Dermatol. 1988;15(3):268-72.

12.Kim YH, Yoon HW, Kim J, et al. Ectopic pleomorphic
adenoma on subcutancous plane of the cheek. Arch
Craniofac Surg. 2019;20(1):55-7.

13.Badia L, Weir JN, Robinson AC. Heterotopic pleomorphic
adenoma of the external nose. J Laryngol Otol.
1996;110(4):376-8.

14. Willis RA. Some unusual developmental heterotopias. Br
Med J. 1968;3(5613):267-72.

15. Hirsch P, Helwig EB. Chondroid syringoma. Mixed tumor
of skin, salivary gland type. Arch Dermatol.
1961;84:835-47.

“Correspondence to

Jennifer E. Fligor

Department of Plastic Surgery
University of California, Irvine
200 S. Manchester Ave., Suite 650
Orange, CA 92869

Tel: 714-456-3077

Email: jfligor@uci.edu

Curr Pediatr Res 2021 Volume 25 Issue 1


mailto:jfligor@uci.edu

	Contents
	A case of heterotopic salivary tissue: Pleomorphic adenoma of the nose.
	Abstract
	Keywords:
	Accepted on January 21, 2021
	Introduction
	Case Presentation
	Discussion
	Conclusion
	References
	*Correspondence to


