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Abstract
We report a 45 year old male with right sided pleural mesothelioma who received neoadjuvant chemotherapy 

prior to a right extrapleural pneumonectomy followed by adjuvant chemotherapy. The patient became tumor free 
and remained in remission for 19 months following which he developed a lymphangitic spread over the contralateral 
lung. His diagnosis was confirmed by a bronchoscopic transbronchial biopsy of the left lung. The patient died from 
progressive respiratory failure over a period of three months. Such a relapse with an aggressive and fatal lymphangitic 
spread is rarely seen and reported in malignant pleural mesothelioma. Discussion and review of the literature are 
provided.

Mesothelioma is still considered, worldwide, a rare cancer of the serosal membranes. It typically involves the 
pleural cavity but other reported sites include the peritoneum, pericardium and Tunica vaginalis of the testis. The usual 
progression of the mesothelioma is coalescence of multiple, small nodules into large masses that invade, entrap and 
destroy the affected organ by direct extension and invasion. We report an unusual case of relapsing mesothelioma, 
recurring in an aggressive and fatal form, after 19 months of remission.
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Case Report
T. H. is a 45 year old man who was exposed to asbestos from his 

neighborhood between the ages of 6 to 12 years of age. He was diagnosed 
with mesothelioma in April 2009 by right pleural biopsy. He received 
four cycles of neoadjuvant chemotherapy followed by right Extrapleural 
Pneumonectomy (EPP), in June 2009, and then three cycles of adjuvant 
chemotherapy. He was followed up with serial CT scans of the chest 
every 6 months. He remained radiographically tumor free for 19 months. 
On Jan 17, 2011, CT Chest revealed a 2 cm substernal nodule. At that 
time, he was completely asymptomatic. Two weeks later, he started 
complaining of a dry cough refractory to treatment. Open biopsy of the 
nodule showed only fibrotic tissue. The patient’s cough progressed in 
severity. He became dyspneic to moderate effort. Chest X-Ray followed 
by CT scan of the Chest confirmed the presence of a severe interstitial 
process (Figures 1 and 2) proven by a bronchoscopic transbronchial 
biopsy to be recurrence of the mesothelioma in a lymphangitic pattern. 
There was no left pleural masses or mediastinal adenopathies noted. 
The patient expired after nine days from progressive respiratory failure.

Discussion
Asbestos is a naturally occurring fibrous silicate which was widely 

used because of its favorable physical and chemical properties such 
as flexibility, strength, durability and its resistance to heat and acid. 
However, exposure to asbestos fibers was clearly associated with certain 
diseases resulting in implementation of strict rules and regulations to 
avoid any potential hazard from exposure to the asbestos workers, their 
family members and the general public [1].

Asbestos related diseases vary from asbestosis to lung cancer, benign 
pleural effusion and thickening, pleural calcification and mesothelioma. 
Of note that beside the amount and duration of exposure, the time since 
exposure is an important factor for the appearance of certain diseases: 
Benign pleural effusion is usually seen between 10 to 20 years with no 
malignancy diagnosed within 3 years of its appearance. Lung cancer is 
usually seen after 20 to 30 years while pleural plaques and mesothelioma 
after 30 years [1] In our case, mesothelioma was diagnosed at the age of 
43; i.e., 31 to 37 years since exposure to the asbestos fibers.

Mesothelioma has a poor life expectancy of less than a year. With 
combined therapeutic modalities using chemotherapy, radiation 
therapy and surgical resection survival rates have increased. 
Nevertheless, the overall prognosis is still considered poor. In our case, 

neoadjuvant and adjuvant chemotherapy were able to maintain the 
patient disease free for about 19 months following EPP, an outcome 
that seems superior to the survival rates reported in the review of Sharif 
et al. [2]. To our knowledge this is the first reported case of aggressive 
recurrence following a “longer than average” disease-free state and 
progression from complete symptoms-free and a normal appearing 
lung parenchyma, to a fatal respiratory failure over less than three 
months. 

Distant metastasis has been reported by Huncharek to occur in 
76% of the patients at autopsy with lung, kidneys, liver and adrenals 
being the most frequent sites [3]. It is usually late in the disease process 
and seldom of clinical relevance because of the overall prognosis of the 
disease and its local destructive pattern. Brain [4], lymphadenopathy 
[5,6], and isolated pulmonary opacities have been reported. Diffuse and 
widespread lymphangitic metastasis, whether from the pleural cavity 
[7] or the peritoneum [8], is a rare occurrence, and is considered to 
be a distant metastasis rather than direct extension [9]. This is a very 
aggressive pattern of metastasis resulting in quick progression into 
respiratory failure and death of all reported cases, similar to our patient.

Extensive and careful review of the literature revealed the report of 
only 9 cases. We agree with Livasy et al. [10] that the cases reported by 
Huncharek [3] and Scully [11] are so similar that we also consider them 
as the same patient.   We reviewed the series reported by Nind et al. 
[12]. Fifty three of their 200 cases had a lymphangitic growth pattern. 
However, a phone conversation with Dr Attoonas confirmed that their 
report of lymphangitic growth pattern is a pure pathological diagnosis 
limited to the biopsy specimens rather than a diffuse lymphangitic 
involvement of the lung, based on a radiographical diagnosis and 
meeting the definition of carcinomatosis.
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It is important to mention that our review of the literature was 
somewhat difficult because of the various descriptions and the 
nomenclature used in reporting this pattern of metastasis, such 
as: “extensive pulmonary metastasis” [2,13,14] “lymphangiitis 
carcinomatosis” [8,12], “miliary pulmonary metastasis” [3,5,10]. Since 
the definition of carcinosis or carcinomatosis is the spread of the cancer 
to the whole body or the whole organ, we suggest naming this condition 
“pulmonary lymphangitic mesotheliomatosis” because the organ 
involved (pulmonary), the pattern of involvement (lymphangitic) and 
the kind of cancer (mesothelioma) are well defined.
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Figure 1: To the left: CXR done on 1/17/2011 (19 months post Right pneumonectomy) showing normal Left lung. To the right: same view after 2.5 months showing 
diffuse infiltrates.
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Figure 2: To the left: CT Scan of the chest done on 1/17/2011 (19 months post Right pneumonectomy) showing normal Left lung. To the right: CT scan after 2.5 
months at the same level showing diffuse parenchyma infiltrates.
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