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Case Report

Madelung'’s Disease as the First Presentation of
an Occult Gastric Adenocarcinoma

Livia S. Smidt, Cleber D. P. Kruel, Marcio F. Chedid

Division of Gastrointestinal Surgery, Hospital de Clinicas de Porto Alegre, Universidade Federal do Rio
Grande do Sul (UFRGS), Porto Alegre, Brazil

Madelung’s disease is a rare disorder defined as cervical benign symmetric lipomatosis.
Its association to alcoholism, pulmonary pathology, and neck cancer has been reported.
We first describe the occurrence of this syndrome during the course of a gastric cancer. A
65-year-old white Latino male patient was referred to our service for investigation of
dyspeptic symptoms, weight loss, and small bilateral symmetric and painless cervical
masses. Upper endoscopy revealed a pyloric ulcer, treated with a 3-month regimen of
antibiotics and omeprazole. A new endoscopy revealed persistence of the gastric ulcer,
and biopsy pathology report showed chronic inflammatory changes but no malignant
cells. Two months after the biopsy, the patient was admitted to the Emergency unit for
gastric obstruction. Gastric wall enlargement and distention were found at the operation.
Intraoperative frozen section gastric biopsy was inconclusive. Resection was not
performed and a gastroenteric anastomosis was constructed. Definitive pathology report
revealed gastric adenocarcinoma with signet-ring cells. Thus, the patient underwent
subtotal gastrectomy. Definitive pathology report confirmed diffuse signet-ring cell
gastric cancer with duodenal invasion; 1 lymph node was positive for cancer.
Postoperative course was uneventful, and adjuvant chemotherapy was performed.
Gastric cancer recurred and the patient died 2 years after the operation. Madelung’s
disease did not show any progress during the disease-free period. Madelung’s disease
has been associated with head and neck cancers and now with gastric adenocarcinoma.
We suggest that patients presenting with cervical lipomatosis also should be screened for
occult gastric cancer and abdominal malignancy.
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adelung’s disease, also known as cervical

benign symmetric lipomatosis, is a rare
syndrome defined as multiple symmetric lipoma-
tous nodules. The pathogenesis of this syndrome is
poorly understood but may involve abnormal lipo-
genesis induced by catecholamines. Madelung’s
disease has been rarely associated with the presence
of an occult malignancy, mainly head and neck
cancers." We report the occurrence of cervical
lipomatosis as the index presentation of an occult
gastric cancer.

Case Report

A 65-year-old white Latino male was referred to our
service for investigation of dyspeptic symptoms,
weight loss, and small bilateral symmetric and
painless cervical masses (Fig. 1). He had quit alcohol
and cigarette consumption 6 years ago. Upper
endoscopy revealed a pyloric ulcer that was treated
with a 3-month regimen of omeprazole, amoxicillin,
and clarithromycin without improvement of dys-
peptic symptoms. A new upper endoscopy was
performed and revealed the persistence of the
gastric ulcer, and biopsy pathology report showed
chronic inflammatory changes but no malignant
cells. One month later, he noticed enlargement of the
cervical masses (Fig. 2). Biopsy of the cervical
lesions showed lipoid mass, revealing the diagnosis
of Madelung’s disease.

Two months after the biopsy, the patient was
admitted to the hospital Emergency Unit with the
complaints of nausea and vomiting. Clinical exam-
ination revealed abdominal distention. Laparotomy

Fig. 1 Anterior view of the patient with Madelung’s disease,

showing large symmetric subcutaneous masses in the anterior
and lateral cervical regions.
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Fig. 2 Lateral view of the patient with Madelung’s disease,

showing the areas of fat deposition.

was indicated with the presumptive diagnosis of
gastric obstruction. Gastric wall enlargement and
distention were found at the operation. Frozen
section of the gastric biopsy was not conclusive.
Regarding the benign macroscopic aspect the ulcer,
resection was not carried and a gastroenteric
anastomosis was performed. Definitive pathology
report revealed a diffuse gastric adenocarcinoma
with signet-ring cells. Thus, the patient underwent
reoperation, undergoing subtotal gastrectomy with
Roux-en-Y reconstruction. Definitive pathology re-
port was confirmatory for diffuse gastric cancer with
duodenal invasion; 1 lymph node was positive for
cancer. Postoperative course was uneventful and the
patient was discharged home 20 days after the first
operation. Adjuvant chemotherapy was performed.
The patient died of gastric cancer recurrence 2 years
after the first operation. Madelung’s disease did not
show any progress during the disease-free period.
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Discussion

Benign cervical lipomatosis was first reported by
Brodie in 1846.% It is a syndrome of unknown etiology
that mostly affects middle-aged males and is strongly
associated to chronic alcohol consumption.

Chan et al reported 8 cases of Madelung’s disease
associated with head and neck cancers." They
postulated that alcohol and tobacco use may have
a primary role in the development of benign cervical
lipomatosis.

Although cervical lipomatosis has been reported
to occur in association with esophageal cancer and
metastatic intra-abdominal malignancies, this is the
first report of the association of Madelung’s disease
and gastric cancer."** Cervical lipomatosis here was
associated with dyspeptic symptoms, prompting
clinical investigation that revealed an occult gastric
cancer.

Considering that Madelung’s disease has been
associated with esophageal adenocarcinoma, meta-
static abdominal cancer, and now with gastric
adenocarcinoma, we suggest that every patient
presenting with cervical lipomatosis should be
promptly investigated with upper esophagogastro-
duodenoscopy and probably with abdominal imag-
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ing (computed tomography or ultrasound) to rule
out an occult gastrointestinal malignancy.

Acknowledgments

There are no conflicts of interest. There is no funding
for this project.

References

1. Chan ES, Ahuja AT, King AD, Lau WY. Head and neck cancers
associated with Madelung’s disease. Ann Surg Oncol 1999;6(4):
395-397

2. Gonzalez-Garcia R, Rodriguez-Campo FJ, Sastre-Perez ],
Munoz-Guerra MF. Benign symmetric lipomatosis (Made-
lung’s disease): case reports and current management. Aesthetic
Plast Surg 2004;28(2):108-112

3. Houwerzijl EJ, van den Akker TW, Gokemeijer JD. Benign
symmetrical lipomatosis. Ned Tijdschr Geneeskd 1998;142(51):
2784-2787

4. Linares Torres P, Castaiién Lépez C, Llano Alonso C, Alvarez
Posadilla M, Vivas Alegre S, Espinel Diez | et al. Association of
adenocarcinoma of esophagus and breast cancer in a male with
Madelung’ disease [in Spanish]. An Med Interna 2006;23(3):133—-
135

1325

$S900E 93l) BIA /0-20-G20Z e /wod Aioyoeignd-poid-swud-yiewlarem-jpd-awndy/:sdiy woly papeojumoq



