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Adenoid cystic carcinoma (ACC) of the salivary 
glands is a malignant tumor characterized by slow 
but relentless progression that is plagued by local 
recurrence, late metastases, and ultimately fatal 
outcomes. Twenty-four percent to 52% of ACCs 
of the salivary glands result in distant metastasis, 
primarily involving the lungs, bones, liver, and 
brain. Cutaneous metastasis of these tumors is 
rare and usually represents an advanced stage 
of disseminated disease. We report the case of a 
61-year-old man with a history of ACC of the right 
submandibular region who was referred to our 
dermatology clinic 2 months following wide exci-
sion of the tumor. A nonspecific dermatitis had 
developed at the surgical site. A skin biopsy was 
performed due to the discovery of eruptive pap-
ules on the scalp and neck, which demonstrated 
the characteristic histopathologic features of 
metastatic ACC. Our case underscores the impor-
tance of conducting a complete skin examination 
in oncologic patients, especially focusing on 
cutaneous and subcutaneous nodules and pap-
ules that are eruptive or show rapid development.
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Adenoid cystic carcinoma (ACC) is the sec-
ond most common malignant neoplasm of 
the major and minor salivary glands.1 The 

disease course generally is characterized by slow yet 
relentless progression with a poor long-term progno-
sis. The presence of distant metastasis heralds a poor 
prognosis in patients with ACC of the head and 
neck, with a median survival of 4.3 to 7.3 months.2 
Twenty-five percent to 50% of ACCs of the salivary 
glands result in distant metastasis, primarily involv-
ing the lungs, bones,3-5 liver, and brain.4,5 Cutaneous 
metastasis of ACCs of the salivary glands is rare and 
usually is limited to the head and neck regions. We 
describe a case of early cutaneous metastasis of ACC 
on the head and neck, driving the identification of 
systemic diffusion of the neoplasm. Our case under-
scores the importance of conducting a complete 
skin examination in oncologic patients, especially 
focusing on cutaneous and subcutaneous nodules and 
papules that are eruptive or show rapid development. 

Case Report
A 61-year-old man presented to the dermatology 
unit with a rapidly progressive mass on the right 
submandibular region. Five years prior he underwent 
wide excision of the lymph nodes of the right axilla 
because of the presence of a subcutaneous nodule, 
which revealed the absence of atypical histologic 
features; annual computed tomography (CT) scans 
were subsequently performed with no remarkable 
results. One year later, the presence of a small and 
stable submandibular nodule was noted; all biopsies 
performed were negative for cancer. 

Early Cutaneous Metastasis of Adenoid 
Cystic Carcinoma of the Salivary Gland 
Giulio Gualdi, MD; Paola Monari, MD; Piergiacomo Calzavara-Pinton, MD, PhD; Camillo Farisoglio, MD; 
Andrea Ginani, MD; Stefano Catrani, MD 

Drs. Gualdi, Monari, Calzavara-Pinton, and Farisoglio are from the 
Department of Dermatology, Spedali Civili di Brescia, Italy. Drs. Ginani 
and Catrani are from Ospedale degli Infermi, Rimini, Italy. Dr. Ginani is 
from the Department of Otorhinolaryngology and Dr. Catrani is from 
the Department of Dermatology. 
The authors report no conflict of interest. 
Correspondence: Giulio Gualdi, MD, Department of Dermatology, 
University of Brescia, Spedali Civili di Brescia, P.le Spedali Civili 1, 
25123 Brescia, Italy (giuliogualdi@libero.it).

Practice Points
	 The appearance of cutaneous metastases is a sign of poor prognosis in patients with adenoid cystic car-

cinoma (ACC) of the head and neck.
	 The localization of cutaneous metastases of ACC of the salivary gland is unpredictable and can simulta-

neously present in multiple locations. 
	 The role of complete skin examinations in oncologic patients is crucial, as they can be used as screening 

procedures for the staging of tumors. 
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Wide excision of the submandibular mass was 
performed after clinical evaluation. Histopathologic 
examination revealed an ACC of the submandibu-
lar salivary gland. One week later, a dissection of 
the right side of the neck was performed with total 
sialectomy, right laterocervical lymphadenectomy 
(level 1-2 ab-3, Robbins), revealing nodal diffusion 
of the tumor cells (3 of 28 nodes were positive). 
Surgical treatment was immediately followed by 
radiotherapy (4800–6000 Gy) of the tumor region 
and lymphatic neck regions. At 6 months’ follow-up, 
clinical examination and a CT scan were negative 
for metastasis. 

The patient was referred to our dermatology 
clinic 2 months later for evaluation of a nonspecific 
dermatitis that had developed at the surgical site 
on the right side of the neck. Physical examination 
revealed radiodermatitis on the scar. Additionally, 
slightly erythematous monomorphic and asymp-
tomatic eruptive papules were noted on the scalp  
(Figure 1A) and on the left side of the clavicle 
(Figure 1B). The lesions had developed gradually 
over 10 days to a diameter of 5 mm. No lymphade-
nopathy was noted. Due to the characteristics of the 
lesions (morphology and rapid eruption) and the 
patient’s medical history, a skin biopsy was performed 
with a suspected diagnosis of cutaneous metastasis of 
ACC. The diagnosis was confirmed on histopatho-
logic evaluation, which showed the characteristic 
features of metastatic ACC with solid areas as shown 
in Figure 2. Subsequent CT scans of the head, neck, 
and chest revealed lung and bone metastasis, which 
had not been present on prior investigation. A few 
days earlier the patient had developed a produc-
tive cough, hemoptysis, and mild dyspnea, which 
confirmed clinical progression of the disease. The 
patient was started on palliative chemotherapy and 
radiotherapy treatment.

Comment
Adenoid cystic carcinoma is a malignant salivary 
gland tumor characterized by slow yet relentless 
progression that is plagued by local recurrence, late 
metastases, and ultimately fatal outcomes.6 It repre-
sents approximately 7.5% of salivary gland malig-
nancies.7 Few cases of cutaneous metastases of ACC 
have been reported on the head and neck as well 
as the abdomen,8-10 accounting for 1% to 2% of all 
cutaneous metastases,11 with typical distribution on 
the head and neck. The presence of distant metasta-
ses heralds a poor prognosis in head and neck can-
cers, with a median survival of 4.3 to 7.3 months.2 
Treatment of this patient population usually is 
palliative. Patients with malignant salivary gland 
tumors should have a chest radiograph or CT scan 

at their initial assessment to exclude the possibility 
of lung metastasis. A higher risk for developing dis-
tant metastasis is associated with high-grade tumors 
such as ACC; salivary duct carcinomas; high-grade 
mucoepidermoid carcinomas; and tumors located 
in the submandibular gland, posterior tongue, and 
pharynx.12 The 3 major growth patterns are tubular, 
cribriform, and solid. The quantity of solid compo-
nents is considered to be the most notable indica-
tion of a poor prognosis.13-15 In our patient, the site 
of the tumor—the submandibular region—as well as 
the presence of histopathologic solid structures sug-
gested a poor prognosis. Our patient presented with 

Figure 1. Slightly erythematous monomorphic and 
asymptomatic eruptive papules located on the scalp (A) 
and the left side of the clavicle (B).
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eruptive papules on the scalp and on the left side of 
the clavicle, which was on the opposite side of the 
primary tumor. In many patients, cutaneous diffusion 
of the tumor precedes systemic diffusion and there-
fore can be considered as an early prognostic sign  
of metastasis.

Conclusion 
Cutaneous metastasis represents an important sign 
of disease progression, allowing for the early dis-
covery of systemic diffusion of the tumor as well 
as adjustment of the therapeutic approach. Our 
patient not only highlights a rare case of cutaneous 
metastases in this type of tumor but also the impor-
tance of conducting complete skin examinations 
in oncologic patients. Even minor findings should 
not be ignored in this patient population. In fact, if 

correctly interpreted the early discovery of cutaneous 
metastasis in patients with salivary gland tumors may 
determine a dramatic change in diagnosis, prognosis,  
and treatment.
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Figure 2. Pathologic examination revealed epidermal 
hyperplasia; acanthosis without koilocytes or atypical 
cells; and substantially dilated, thin-walled lymphatic 
vessels containing lymph fluid and some red blood cells 
in the dermis with moderate inflammatory cell infiltration 
(A–C)(H&E; original magnifications 40 (200 [inset]), 
100, and 200, respectively).
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