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Abstract

Cystadenolymphoma of the parotid gland is synonymous for papillary cyst adenoma lymphomatosum (PCL) or warthin’s tumor. It is
the most common benign tumor of the parotid gland after pleomorphic adenoma, with a rare possibility of malignant transformation.
It manifests as a slow growing fluctuant mass, due to its cystic morphology. The treatment of choice is complete excision. We report a 60
year old male patient with a huge parotid tumor of two years evolution, which turned to be a cystadenolymphoma on histopathology.
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Introduction

Warthin’s tumor is a benign salivary gland tumor accounting for up to 17% of all salivary gland tumors [1]. It affects mostly the
parotid gland of middle aged patients, with more men suffering from it than women at a sex ratio of 5:1 [2]. It can be multifocal
in 12% of cases while bilateral lesion occurs in only 6% of patients [3]. These tumors are 8 times more frequent among smokers,
although the exact pathogenesis is still unknown [4].

The size can be few millimeters to centimeters, with an average of 2 to 4 cm [5]. Diagnosis is usually based on ultrasonography
combined with a computed tomography or magnetic resonance imaging scan, though it requires histological confirmation [6].
Optimal treatment of warthin's tumors is still controversial, yet general consensus requires surgical removal with uninvolved
margins.

This report describes the successful excision of an enormous warthin’s tumor of the parotid gland, with its clinical, radiological
features and shows surgical challenge faced.

Methodology

It is a case study

Case report

A 60 year old male patient was admitted to the ENT department for an enormous mass of the left parotid. On admission, he was
complaining of swelling in his neck. The swelling was so large that it affects his quality of life. It was insidious in onset, gradually
increasing of size over the past two years. He had no other associated signs in particular no discomfort while swallowing nor
breathing difficulty. He has no history of weight or appetite loss. His medical history revealed that he had been smoking 20
cigarettes a day for 40 years.

Physical examination shows on inspection, a huge swelling in the left side of neck. The skin over the swelling was normal, stretched
and had no inflammatory sign. The palpation reveals a solid mass measuring about 13 cm in the left parotid area, non-pulsatile,
non-reducible and freely mobile with no attachment to underlying structures, with no cervical lymph nodes. Intraoral examination
doesn’t reveal any abnormalities (Figure 1).

MRI was prescribed, and has shown voluminous pseudo-cystic lesions occupying the left parotid lobe with left exophytic
laterocervical development and a small deep component. The lesion measures 115 * 90 * 70 mm. Its signal was pseudo liquid hyper
intense in T2 and hypo intense in T1. Right parotid was normal in appearance with no cervical lymphadenopathy (Figure 2).
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Figure 2: Preoperative MRI findings: axial view

The patient underwent to surgical excision of the tumor under general anesthesia after consent. A modified Blair’s incision was
performed, followed by tissue dissection to expose the parotid gland. The main trunk of facial nerve was identified, and the branch
was dissected. Dissection was carried on carefully respecting neurovascular structures, and the tumor was removed completely. The
intervention was concluded with surgical drains placement and skin suturing. Excised mass was sent to the pathology department
and has revealed the diagnosis of Warthin’s tumor.

Figure 3: Intra operative picture after excision of the tumor respecting the facial nerve and
its ramifications which are intact (arrows)
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No complications were recorded in the postoperative period in particular no facial nerve palsy. The patient was discharged 3 days
after the surgery (Figure 4).

—

Figure 4: Warthin’s tumor after complete resection

Discussion

Warthin’s tumors are considered to be the second most frequent type of salivary glands tumors after pleomorphic adenomas,
accounting for 6 to 10% [4]. It actually has several different names referring to its histological features, including: papillary cyst
adenoma lymphomatosum, cystadenolymphoma or adenolymphoma. Warthin’s tumor term is the preferred one, widely used to
avoid confusion with malignant lymphoid neoplasm [7].

It can be diagnosed at any age, but predominantly arises in the 6" and 7* decade in male population, with rare cases below 40 years
of age. Long ago, male to female ratio was approximately 5:1. However, nowadays recent studies has shown increasing incidence
among female sex, reducing the sex ratio to an almost equal rapport [8]. This can be explained by the spreading smoking habit
among women. It has been described that Warthin’s tumor is 8 times more frequent among smokers than non-smokers, with more
than 90% of tumor patients having a history of smoking; hence showing clear correlation between smoking and the occurrence of
the tumor [9].

Clinically, Warthin’s tumor doesn’t grow aggressively. It appears as a round or an oval shaped slow growing and painless swelling of
the parotid region. However, sometimes patients may complain of tinnitus, little pain, otalgia or deafness. It is almost exclusively
located in the superficial parotid gland with a high predilection for the tail lobe, rarely the deep one.

The size can vary between several millimeters to centimeters, with an average size at diagnosis of 36 millimeters of the diameter.
According to a study, 56% of a total of 278 subjects had 1-3 cm, 40% 4-6 cm, and only one patient having over than 10cm [2].
Though, huge Warthin’s tumor as in this report measuring clinically up to 13 cm couldn’t be described in literature.

Ultrasound of the parotid gland and local lymph nodes is usually used in the first lane, but seems to be limited. Therefore, it is often
combined with other radiological examinations. CT scan and MRI allow accurate assessment with a specificity and sensibility
of 91% for the MRI [10]. Scintigraphy with radioisotope T99m Pertechnetate is often helpful in the diagnosis of parotid gland
tumors because the Warthin’s tumor captures the isotope and behaves like a hot spot [11]. Recently, a new diagnostic tool has
been described. It is fine needle aspiration cytology (FNAC) showing a sensitivity of 90.4% and a positive predictive value (PPV)
of 98.1% [12].

Although the clinical and radiological features of the parotid mass allow an assessment prior to surgery, confirmation is obtained
only by the histo pathological study.

In fact, there are several conflicting opinions about warthin's tumors treatment [13]. It is still controversial. General consensus
requires surgical removal with a wide tumor free margin to prevent potential recurrence or malignant transformation [6]. Thus, it
is important to bear in mind that warthin’s tumors can be bilateral between 5 to 10% of cases, can degenerate in 0.3%, and reoffend
after local excision in 1.8%. Therefore, large excision with uninvolved margins is highly recommended [11].

Other than the huge size of the tumor as the case described above, the location of the mass in the deep lobe of the parotid gland is
a real dilemma of a suitable approach; making total parotidectomy the only substantial alternative [4].
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Post operative complications are rare and usually limited to: hematoma, temporary paralysis of the facial nerve and Frey’s syndrome.
However, some authors showed that the nerve damage was related to the size of the tumor. They indicated that tumor lengths equal
or exceed 3 cm had a significant higher risk of facial nerve injury [14]; a challenge that has been took up in our case.

Conclusion

PCL or Whartin’s tumor is a benign salivary gland tumor with a large spectrum of symptoms from a small discomfort to a large and
deforming swelling. Definitive diagnosis requires histological confirmation. The treatment of choice is based on careful surgical
excision, respecting the neurovascular structures especially the facial nerve. Surgery with tumor free margins in order to prevent
recurrence or possible malignant transformation.

References

1. Wang YL, Zhu YX, Chen TZ, Wang Y, Sun GH, et al. (2012) Clinicopathologic study of 1176 salivary gland tumors in a Chinese population: experience of one
cancer center 1997-2007. Acta Otolaryngol 132: 879-86.

2. Eveson JW, Cawson RA (1986) Warthin's tumor (cystadenolymphoma) of salivary glands. A clinicopathologic investigation of 278 cases. Oral Surg Oral Med
Oral Pathol 61: 256-62.

3. Maiorano E, Lo Muzio L, Favia G, Piattelli A (2002) Warthin's tumour: a study of 78 cases with emphasis on bilaterality, multifocality and association with other
malignancies. Oral Oncol 38: 35-40.

4. Nicolai G, Ventucci E, Antonucci P, Costantino V, Brunelli G, et al. (2014) Bilateral and multifocal Warthin’s tumor of parotid gland: two case reports and review
of literature. Oral Implantol (Rome) 7: 25-31.

5. Davidson TM (1980) Tumors of the head and neck: Clinical and pathological considerations, 2nd Edition By John G. Batsakis, 573 pp, illus, Williams & Wilkins
Co., Baltimore, MD, 1979. $49.50. Head and Neck Surgery 3: 77-77.

6. Wronski K, Mastowski Z, Stefaniak P, Frackowiak L (2015) Surgical treatment giant Warthin’s tumor - case report. Med Rodz 3: 144-6.
7. Thielker J, Grosheva M, Thrler S, Wittig A, Guntinas-Lichius O (2018) Contemporary Management of Benign and Malignant Parotid Tumors. Front Surg 5: 39.
8. Kim C-H, Han S-I, Kim M-Y (2012) Warthin’s tumor of the parotid gland: a case report. ] Korean Assoc Oral Maxillofac Surg 38: 366-70.

9. Salaria N, Garg U, Kumar S, Verma D, Sharma N, et al. (2019) Giant Warthin’s Tumour of the Parotid Gland: A Rare Case Report. Indian J Otolaryngol Head
Neck Surg 71: 839-43.

10. Yabuuchi H, Fukuya T, Tajima T, Hachitanda Y, Tomita K, et al. (2003) Salivary gland tumors: diagnostic value of gadolinium-enhanced dynamic MR imaging
with histopathologic correlation. Radiology 226: 345-54.

11. Parraga-Linares L, Aguirre-Urizar JM, Berini-Aytés L, Gay-Escoda C (2009) Papillary cystoadenoma lymphomatosum (Warthin-like) of minor salivary glands.
Med Oral Patol Oral Cir Bucal 14: €597-600.

12. Viguer JM, Vicandi B, Jiménez-Heffernan JA, Lopez-Ferrer P, Gonzélez-Peramato P, et al. (2009) Role of fine needle aspiration cytology in the diagnosis and
management of Warthin’s tumour of the salivary glands. Cytopathology 21: 164-9.

13. Witt RL, Iacocca M, Gerges F (2015) Contemporary diagnosis and management of Warthin’s tumor. Del Med J 87: 13-6.

14. Bittar RF, Ferraro HP, Ribas MH, Lehn CN (2016) Facial paralysis after superficial parotidectomy: analysis of possible predictors of this complication. Braz J
Otorhinolaryngol 82: 447-51.

Easy online submission process

Rapid peer review process

Online article availability soon after acceptance for Publication

Open access: articles available free online

More accessibility of the articles to the readers/researchers within the field
Better discount on subsequent article submission

Y v ¥V v VvV Vv

Submit your manuscript at
http://www.annexpublishers.com/paper-submission.php

b o o e o e e e e e e e e e e e - -

1
I
1
1
I
1
I
1
I
1
I
1
1
I
1
I
1
I
1
1
L

Annex Publishers | www.annexpublishers.com Volume 7 | Issue 6


https://www.ncbi.nlm.nih.gov/pubmed/22497626
https://www.ncbi.nlm.nih.gov/pubmed/3458128
https://www.ncbi.nlm.nih.gov/pubmed/11755819
https://www.ncbi.nlm.nih.gov/pubmed/25694798
https://onlinelibrary.wiley.com/doi/10.1002/hed.2890030117
http://www.medrodzinna.pl/wp-content/uploads/2015/11/mr_2015_144-146.pdf
https://www.ncbi.nlm.nih.gov/pubmed/29868604
https://synapse.koreamed.org/Synapse/Data/PDFData/3070JKAOMS/jkaoms-38-366.pdf
https://link.springer.com/article/10.1007/s12070-019-01675-1#citeas
https://www.ncbi.nlm.nih.gov/pubmed/12563124
https://www.ncbi.nlm.nih.gov/pubmed/19680204
https://onlinelibrary.wiley.com/doi/abs/10.1111/j.1365-2303.2009.00667.x
https://www.ncbi.nlm.nih.gov/pubmed/25799607
https://www.ncbi.nlm.nih.gov/pubmed/26777078

