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Summary 

The authors report a case of recurrent cystic craniopharyngioma managed with chemotherapy. The patient 
refused adamantly the alternative therapy methods, such as surgery and radiotherapy, initially offered. Eight 
courses of chemotherapy with vincristine (2 rag/M 2, i.v.) on day 1, 1,3-bis(2-chloroethyl)-I-nitrosourea (100 
mg/M 2, i.v.) on day 2, and procarbazine (50 rag, b.i.d., p.o.) on days 3 to 21 were administered at 6 week 
intervals. The effectiveness of this treatment modality has been evaluated by the unequivocal neurological 
improvement and by the decreases in size of the cyst using serial computerized tomography. Toxocities were 
mild and chiefly hematological. 

Introduction 

Craniopharyngiomas are considered histologi- 
cally benign and account for approximately three 
percent of all intracranial tumors (1, 2). Their 
common suprasellar location and their frequent 
adherence to hypothalamus, optic chiasm, and re- 
lated vascular structures is well known (l,  3). In 
general, however, surgery is the accepted form of 
treatment (1, 2, 4 16). Whereas total surgical extir- 
pation is curative, this may only be possible in 12 to 
55% of the cases (9, 10, 12-16). Other forms of 
treatment, from a simple cyst aspiration to a subto- 
tal resection, have frequently failed to prevent re- 
currence (5, 6, 8-10, 12-22). Additional radiother- 
apy for residual or recurrent tumor has been 
recommended by some authors (9, 11, 13-18, 
23-31). Intracystic isotopes have also been used in a 
few cases (32-36). We now report a case of a recur-  
rent cystic craniopharyngioma with unequivocal 
response to chemotherapy documented by neuro- 

logic examination and computerized tomography 
(CT) scan. 

Case report 

A 31-year-old black woman entered the Universi- 
ty Hospital on October 12, 1981, with a history of 
headaches, intermittent right side weakness, fa- 
tigue, and amenorrhea. The past history revealed 
that she underwent a craniotomy on March 30, 
1981 for evacuation of a cyst with resection of a 
solid tumor (Fig, 1). A craniopharyngioma was 
confirmed by histopathology. On physical exami- 
nation, she demonstrated mild right side hemipare- 
sis. Hypopituitarysm was confirmed by laboratory 
studies and hormonal replacement was started. 

On follow-up, there was no neurological im- 
provement and serial CT scanning demonstrated 
progressive regrowth of the cystic portion of the 
craniopharyngioma (Fig. 2). The patient vehement 7 
ly refused surgery or radiotherapy. However, she 
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Fig. 1 Postoperative enhanced CT scan demonstrates residual, 
solid, calcified tumor in the suprasellar cystern. 

was willing to try any other type of  treatment. This 
di lemma was confronted,  and we decided to con- 
sider her for  a chemotherapy  trial. Informed con- 
sent was obtained and a combinat ion  of  three onco- 
lytic agents, which we have used in a treatment 
protocol  for malignant gliomas, was chosen. 

Vincristine (VCR) (2 m g / M  2, i.v.) on day 1, 
1,3-bis(2-chloroethyl)- 1 -ni trosourea (BCNU) ( 100 
rag /M 2, i.v.) on day 2, and procarbazine (PCB) 
(50 rag, b.i.d., p.o.) on days 3 to 21 were scheduled 
for adminis t rat ion every 6 weeks. On Janua ry  12, 
1982, the patient received the first course of chemo- 
therapy. Neurological  improvement  was noticed af- 
ter only 14 days and a CT scan showed reduct ion in 
the size of the cyst (Fig. 3). Subsequent  CT scans 
were obtained before each course of chemotherapy 
(Fig. 4). Some hair loss and two episodes of  reversi- 
ble mild leukopenia with const ipat ion were noticed 
during a total of  eight courses of combina t ion  che- 
motherapy.  Also, her L D H  has remained elevated 
intermittently. She remains on hormonal  replace- 
ment therapy and neurologic examinat ion is unre- 

Fig. 2 A: axial and B: coronal enhanced CT scans show definite regrowth of a parasellar cyst without significant change in the solid 
portion of the tumor. 
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markable otherwise. A follow-up CT scan showed 
no regrowth of the cyst. 

Discussion 

Fig. 3. A C T  scan obtained 14 days after the first course of 

chemotherpy. Notice the homogenous enhancement of the en- 

tire cyst after the intravenous injection of contrast. The cyst 

appears to be smaller. 

There is little doubt that agents such as VCR, 
BCNU, and PCB will have some palliative effect on 
certain malignant brain tumors (37). There is no 
evidence at present, however, that such oncolytic 
agents have been administered to patients with re- 
current craniopharyngioma. 

In our patient, symptomatic regrowth ofa  cranio- 
pharyngioma was manifested at 8 months after re- 
section. Serial CT scanning revealed the progres- 
sive enlargement of a parasellar cyst without sub- 
stantial change in the solid portion of the tumor. 
The time course of these parameters suggested that 
this craniopharyngioma was behaving more ag- 
gressively (38). Chemotherapy was chosen only af- 
ter the patient refused the more conventional meth- 
ods of treatment. We thought, that craniopha- 
ryngioma since most of them arise from squamous 
epithelium might well respond to cytotoxic agents 

Fig. 4. Enhanced CT scans. A: after the fourth course of chemotherapy and B: after the sixth course of chemotherapy. Notice the 
progressive negative attenuation values within the cyst with a peripheral hyperdense rim. 
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Fig. 5. A: axial and B: coronal enhanced CT scans after the eighth course of chemotherapy. Notice the significant decrease in the product 
of the two largest diameters of the cystic portion when compared with that of the pretreatment CT scan (Fig. 2). 

tha t  are k n o w n  to affect o ther  epi thel ia l  tissues. 
Indeed ,  af ter  only 3.4 mg of VCR,  170 mg of  
BCNU,  and 1 400 mg of  PCB neurologic  improve-  
ment  was not iced.  This  ini t ial  the rapeu t ic  benefit  
co r re l a t ed  well with the CT scan finding, of  a de- 

crease in the p roduc t  of the two largest  d imensions  
of  the cyst. The  sequent ia l  changes demons t r a t ed  
by serial  CT scanning,  ranging  f rom a marked  
homogenous  enhancement  of the cyst to negative 
a t t enua t ion  values with per iphera l  dense rim, may 
suggest  an effect of  c h e m o t h e r a p y  on the cyst wall. 

Decrease  cyst fluid fo rma t ion  after either rad io-  
the rapy  or  in terna l  i r r ad ia t ion  has been observed in 
some instances (18, 36). Wi th  these a l ternat ive  mo- 
dali t ies,  however ,  some cases may require  repeated  
cyst asp i ra t ions  before  fluid accumula t ion  is con- 
t ro l led  (15, 18, 36). In  our  case, however,  an asymp-  
tomat i c  discrete increase in the cystic fluid accu- 
mula t ion  after  the fifth course of chemothe rapy  
preceeded  fur ther  decreases  in the size of  the cyst. 

Cer ta in ly ,  the b i m o d a l  decrease in the size of  the 
cyst af ter  c he mo the ra py  differs f rom that  observed 
after r ad io the rapy  or internal  i r rad ia t ion  (18, 36). 

In  our  case, r ad iog raph ic  d o c u m e n t a t i o n  of de- 
creases in the size of  the cyst as measured  in the 
axia l  and corona l  sections were of  80% and 71%, 
respectively (Fig.  5). A t  present,  the pat ient  remains  
neurologica l ly  improved  wi thout  l imi ta t ions  in her 
housewife dai ly  activities.  We believe that  our  case 
offers reasonable ,  a l though  isolated,  evidence of 
the therapeut ic  benefits of  c he mo the ra py  on recur-  
rent  cystic c r an iopha ryng ioma .  It  is difficult  to 
specula te  on the prognos is  of  our  pat ient ,  since we 
are not  aware  of  any  o ther  ava i lab le  in fo rma t ion  
abou t  chemothe rapy  for  this type of tumor .  
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