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Abstract 

Cystic adenoid carcinoma is a rare tumor accounting for less than 1% of all malignant tumors of the head and neck. 

The presence of another synchronous cancer in the head and neck region is so much a rare case. We present the case 

of a patient diagnosed with locally advanced neoplasm of the right parotid gland with invasion in the mandible for 

which surgical treatment was performed. During the post-surgical hospitalization, the patient presented respiratory 

dysfunction caused by a bulky tumor of the thyroid gland, for which the pathology proved a micro papillary 

carcinoma. Evidence of a resection margin in contact with tumor of the parotid gland tumor made it necessary a 

multidisciplinary approach including adjuvant radiotherapy. The patient was also consulted in a nuclear medicine 

department for metabolic radiation therapy for thyroid cancer. Radiation therapy is part of the adjuvant treatment of 

head and neck cancers, the risk of associated toxicity being increased with implications for morbidity of the oral 

mucosa, mandible and teeth, severely affecting the quality of life of patients. 

Keywords: cystic adenoid carcinoma, mandible, synchronous cancers, radiotherapy 

Introduction 

Adenoid cystic carcinoma is a rare 

tumor (less than 1% of all malignant tumors 

of the head and neck and it are 2
nd

 most 

frequent malignancy in the major salivary 

glands and the most common malignant 

tumor of the minor salivary glands. The low 

prevalence of this tumor makes most reports 

based on very small patient populations or 

single-institution studies, so the scientific 

data on the most appropriate therapeutic 

sequence and the factors associated with 

survival are limited. The association of this 

rare pathology with another thyroid cancer is 

more rare. However, there is a consensus on 

the use of adjuvant radiotherapy, especially 

in the case of resection with positive 

histopathological margins. The primary 

location of cystic adenoid carcinoma in the 

mandible may be considered if the tumor 

involvement of a nearby salivary gland is 

not evidenced [1], [2]. 

Case report 

We present the case of a 69-year-old female, 

smoker, patient with multiple cardiovascular 

comorbidities diagnosed clinically and 

imagistic with a neoplasm of the 

synchronous parotid gland with a thyroid 

neoplasm. The patient presented at the 

moment of diagnosis dyspnea and swollen 

painful facial asymmetry.  

 A computer tomography (CT) with 

contrast agent examination revealed 

structural modifications of the osteolytic 

type of interest in the right horizontal jaw of 

the mandible on a 3 cm segment between 

gonion and menton. The medial face of the 

cortical bone seems to be interrupted over a 
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length of about 2cm, the modified structure 

affecting the medullary canal throu the 

menton. There is also a possible infiltration 

of neighboring soft tissues (right margin of 

the tongue and sublingual space). The 

thyroid gland is enlarged in volume 

(56/67mm AP/TR, CC right lobe 60mm, left 

lobe 55mm). The right lobe compresses the 

trachea and the lower pole of the thyroid 

lobes descends retrosternal

 

 

Fig.1. MRI aspect of mandibular formation that infiltrates surrounding soft tissues 

 

 

A magnetic resonance imaging (IRM) scan 

performed one month later revealed 

osteolytic lesion that completely affects the 

horizontal extension of the mandible 

previously extended beyond the medial line 

to the incisor 2.1, posterior infiltration of the 

vertical branch entirely over a length of 

74mm (Fig.1). Formation disrupts cortical in 

several regions, externally and internally, an 

irregular tissue sleeve of about 3mm thick is 

located along the entire length of the 

horizontal ram; at the level of the gonion 

there is no separation plan with the masseter 

muscles, the inferior and the posterior to the 

gonion shows a report without a separation 

plan from the right submandibular thigh that 

has modified densities, with an increased 

32/22/24mm AP/TR/CC. At the right 
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submandibular level there is an 11 mm 

lymphadenopathy. 

 The removal of the tumor formation 

by segmental resection of the right 

subcutaneous mandible, edentulous space 

3:4 and the plaster of the defect with the 

reconstructive throat and the muscular flap 

from the right pectoral major muscle were 

performed in the oral and maxillofacial 

surgery department. 

 Histopathology report and 

immunohistochemistry reveal cystic adenoid 

carcinoma pT4aNx, G3, L1V1Pn1, the 

lower and posterior surgical margins are in 

contact with the tumor process, the anterior 

limit being 1.5mm in healthy tissue. During 

postoperative recovery, the patient presented 

dyspnea and was transferred to the general 

surgery where total thyroidectomy was 

performed with the preservation of bilateral 

recurrent nerves. 

 Histopathology of the excised 

specimen showed thyroid papillary 

microcarcinoma pT1aN, G1L0V0Pn0. 

 The patient was directed to the 

radiotherapy department where adjuvant 

radiotherapy was delivered in a total dose of 

70Gy in 35 fractions on the primary tumor 

bed target volume, 66Gy in 33 fractions to 

the cervical nodes considered at high risk of 

tumor involvement and 50Gy in 25 fractions 

on the target volumes of bilateral 

supraclavicular lymph nodes with low risk 

of loco-regional recurrence. Radiotherapy 

was delivered using the Intensity Modulated 

Radiation Therapy technique (IMRT) in 

order to reduce as much as possible the 

doses received by healthy oral tissue from 

the vicinity of tumor site target volume (Fig. 

2).  During the radiotherapy, the patient 

presented grade 3 oral mucositis, requiring 

symptomatic treatment with topical mouth 

rinses containing anesthetic [3]. 

 

Fig.2. IMRT treatment plan - "color wash" representation of dose distribution using a 

temperature color scale and doses values for radiosensitive organs 
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After completing the treatment, the patient 

was directed to a nuclear medicine 

department to assess the opportunity of 

conducting metabolic radiotherapy. Finally 

they considered non-necessary metabolic 

thyroid-bad irradiation due to the cervical 

nodes external irradiation.  

Discussions  

The synchronic or metachronous 

presence of salivary and thyroid malignant 

tumors is rare, the authors report the 

observed case of a patient with an adenoid-

cystic synchronous cancer in the right sub-

maxillary gland and a thyroid papillary 

cancer, a patient who did not have prior 

history of radiotherapy, considered a 

possible  common risk factor for both 

cancers [4]. 

 In a retrospective study evaluating 

198 patients diagnosed first with salivary 

gland malignancy and 186 patients with a 

first malignancy of the thyroid gland treated 

for a period of 10 years, Johns end 

collaborators identified 40 cases of 

secondary tumors observed in the first group 

and 29 cases in the second group. In these 

cases the probably antineoplasic therapy, 

especially radiotherapy, is the possible cause 

of the metacrone malignancy. The authors 

did not identify synchronous cancers, 

excluding iatrogenic cause [5]. 

 In a series of patients from the 

Regional Cancer Registry in Birmingham 

(England) with salivary gland tumors, a 

significant excess of secondary tumors has 

been observed since the 1970s, mainly 

breast and lung cancer  case for  women, and  

prostate and skin cancers for males. The 

authors take into account the theory of the 

hormonal involvement in synchronous and 

methacronus cancers. No case of 

synchronous cystic adenoid neoplasm with 

thyroid cancer was identified in this lot of 

patients [6]. 

 Primary intraosseous adenoid cystic 

carcinoma of the mandible is rare and poorly 

understood. Forty-five cases were reported 

in literature plus 2 cases identified by the 

authors in their department, most of them 

occurring in the fourth to sixth decades. Pain 

and swelling were identified as the most 

common clinical manifestations and radical 

surgery followed by post-surgical 

radiotherapy was the treatment most often 

chosen [7]. 

 In a review of 13 bibliographic 

references about the mandibular central 

adenoid cystic carcinoma, the most common 

diagnosis was the osteolytic odontogenic 

cyst, surgically presented as a solid, very 

friable and low density mass near the 

mandibular nerve. Although the origin of 

this type of carcinoma is still unknown, it is 

taken into account the ectopic embryological 

inclusions or the neoplastic mutation of 

odontogenic cysts [8]. 

 In a study of 75 patients selected 

from 129 patients with histopathological 

confirmation of cystic adenoid cystic 

carcinoma 50 received surgery as the only 

therapeutic method and 25 received adjuvant 

radiotherapy. The factors associated with the 

improvement of survival by adding 

radiotherapy to multimodal treatment were 

analyzed. The study demonstrated an 

advantage for multimodal treatment for 

advanced stage T-stage (T4) and 

improvement of loco regional control for 

presence of positive margins [9]. 

 In retrospective study (1984 to 2001) 

of 30 cases of adenoid cystic tumor 24 

patients (80%) had surgery with post-

operative radiotherapy with a mean dose of 

60.3 Grays (56-65 Grays). Local recurrence 

occurred in 30.8% and the mean time to 

loco-regional failure was 43 months and the 
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distant failure was observed 30% of patients 

(pulmonary metastases in 44% and bony 

metastases in 33.3% [10].. Analysis of 

prognostic factors has shown a pattern of 

agresivity for tumor of the nose and sinuses, 

the advanced stage (T4). The loco 

recurrence was associated with incomplete 

excision and with peri-neural spread. 

Combined radiotherapy and surgery 

improved local control but the therapeutic 

challenge remains the multiply recurrence 

and distant metastases [11].  

Conclusions  

Cystic adenoid carcinoma is a rare 

tumor, and localization in the mandible can 

be demonstrated by the absence of any 

neighboring tumor associated with the 

salivary gland. Radiotherapy has its 

postoperative value in cases of high risk of 

loco-regional recurrence, and by using 

modern radiation techniques, higher doses 

can be delivered in tumor volume than those 

identified in historical studies with similar 

cases. The presence of synchronous thyroid 

neoplasm is also rare in the context of a 

patient without a history of irradiation in the 

head and neck region. 
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